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Thesis Portfolio Abstract 

Background: Significant conversations with parents are a necessary and important 

part of healthcare. The delivery of bad or difficult news, such as the diagnosis of a 

chronic health condition, requires key communication skills. This is especially true for 

communication between healthcare professionals and parents in paediatric settings. 

It is important to understand parental experiences of these conversations and what 

can be done to help support and improve skills in this area.     

Method: A systematic review evaluates studies assessing the effectiveness of 

interventions in improving breaking bad news skills. An empirical study uses 

Interpretative Phenomenological Analysis of interviews with parents to gain an in-

depth understanding of parental experiences of receiving a newborn diagnosis of 

cystic fibrosis (CF).   

Results: The systematic review identified ten quantitative studies assessed to be of 

either moderate or high quality. Significant improvements in communication skills 

were found following nine of the ten interventions. These interventions shared some 

common features. In the empirical study, three superordinate themes emerged 

following interview analysis: Cognitive and Emotional Experiences; Connection; and 

Knowledge. 

Conclusions: Findings from the review suggest that there are interventions that can 

improve communication skills in delivering bad news in paediatric settings. Parents 

in the empirical study clearly recalled the period of receiving a newborn diagnosis of 

CF as an emotional time. Health professionals’ communication and interpersonal 

skills seemed to play an important role in providing containment for families. Clinical 

implications and directions for future research are discussed.    
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Thesis Portfolio Lay Summary  

Professionals working in healthcare need to deliver a range of important information 

to families, often requiring significant conversations. Breaking bad or difficult news, 

such as informing someone of a death or telling a parent that their child has a long-

term illness, is a necessary part of healthcare, but having these kinds of 

conversations can be difficult. This is especially true where children and families are 

involved. Healthcare professionals have reported finding it stressful and not feeling 

confident when breaking bad news.  Some research has found that parents may 

have different opinions to healthcare professionals when it comes to how bad news 

should be delivered. For this reason, and because parents are often the ones 

receiving this kind of news, it is important to hear about their experiences as well. 

  

The first part of this thesis reviewed and evaluated scientific research looking at 

ways to improve communication skills when breaking bad news to parents. In nine of 

the ten research studies reviewed, interventions improved communication skills in 

healthcare professionals, suggesting that the right training can in fact improve these 

skills.  Specific activities, such as using role plays or teaching skills while providing 

sufficient background information, were common features in these interventions. 

These should be considered in future training programmes for healthcare 

professionals.  

 

The second part of this thesis is a study examining how parents experienced their 

child being diagnosed with cystic fibrosis after newborn screening. Interviews with 

seven mothers were analysed, and three common themes emerged: 1) diagnosis is 
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an emotional time for parents and is an event they remember clearly; 2) support and 

empathy are important to parents and they value connection with others. This can be 

with people they are already close to as well as new relationships with healthcare 

professionals; 3) there is a lot that parents need to learn and process following 

diagnosis. The type of information parents receive and the way this is shared with 

them is important. There may not be one approach that suits everyone and 

professionals need to be flexible to meet the needs of families. The final part of this 

study looks at how these themes link with other research. 

 

Overall, communication and people skills are important in these kinds of significant 

conversations. In order to help and support families when they are receiving bad 

news, healthcare professionals need to think carefully about how they communicate 

information.   
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Abstract 

Background: Breaking bad news is a necessary part of healthcare. It requires key 

communication skills and has been identified as an area in which healthcare 

professionals may lack confidence, especially in paediatric settings. This study aims 

to systematically review the evidence of interventions to support and improve the 

communication of bad news by healthcare professionals in paediatric and children’s 

services.   

Method: A comprehensive literature search was conducted using three database 

platforms and a narrative synthesis of the findings is presented. Studies included 

used an observer rating of communication skills.    

Results: Ten quantitative studies were identified as meeting inclusion criteria. 

Studies were assessed to be of either moderate or high quality. Significant 

improvements in communication skills were found following nine of the ten 

interventions. These interventions shared some common features. 

Conclusions: Findings from this review suggest that training and intervention 

programmes can improve healthcare professionals’ communication skills in 

delivering bad news in paediatric settings. Future interventions should consider 

including: role plays, didactic teaching and reflective practice. Directions for future 

research are also discussed.    

 

Keywords: Communication, bad news, paediatrics, interventions   
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Introduction  

The role of communication 

Communication plays an essential and important role across all areas of healthcare.  

It has been identified as a key competency for physicians (e.g King & Hoppe, 2013) 

and is highlighted as a key skill in a range of guidelines (e.g. General Medical 

Council, 2013; National Institute for Health and Clinical Excellence, 2012).  Effective 

communication between patients and clinicians has been linked to better health 

outcomes  (Stewart, Meredith, Brown, & Galajda, 2000; Street Jr, Makoul, Arora, & 

Epstein, 2009) and greater patient satisfaction (Shaw, Zaia, Pransky, Winters, & 

Patterson, 2005; Wanzer, Booth-Butterfield, & Gruber, 2004).  Communication skills 

have been identified as important for effective practice by doctors and as an area 

that can be improved through training (Choudhary & Gupta, 2015).  A systematic 

review of the literature recognised that most qualified physicians receive substantial 

teaching on communication skills at various stages of training and beyond, and 

sought to identify strategies that were effective in supporting the development of 

communication skills (Berkhof, van Rijssen, Schellart, Anema, & van der Beek, 

2011).  From the studies examined, the authors concluded that active, practice-

orientated strategies such as role plays, feedback and discussions were most 

beneficial.   

 

Breaking bad news 

Breaking “bad news” is one form of communication clinicians are often required to 

exercise (Johnson & Panagioti, 2018).  Bad news can be defined as “any information 

likely to alter drastically a patient's view of his or her future” (Buckman, 1984, p. 
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1597).  A range of vocabulary has been used to describe such information, including, 

but not limited to, “bad”, “negative” and “difficult” news.  Furthermore, Ptacek and 

Eberhardt (1996) suggest that the extent to which news is viewed as bad may be 

linked to the negative emotional, psychological, and cognitive impact it has on the 

recipient, persisting over a duration of time following its delivery.  The subjectivity 

associated with bad news has been highlighted with a recognition that it may be 

appraised as “bad” from multiple perspectives including the recipient, the news 

deliverer, or both (Fallowfield & Jenkins, 2004; Ptacek & Eberhardt, 1996). Whilst 

certain circumstances or events may be more objectively viewed as “bad news” by 

society (e.g. losing a child), a range of personal and other factors may influence how 

an individual interprets certain types of news.   

 

Research to date has examined recommendations for delivering bad news, 

interventions to support communicating bad news, experiences of recipients (often 

patients or family members), and experiences of healthcare professionals delivering 

bad news (Ptacek & McIntosh, 2009).  The considerable attention given to this area 

perhaps reflects the fact that, though unpleasant, delivering bad news is a necessary 

part of healthcare which needs to be supported by and monitored with effective 

evidence-based approaches (Fallowfield & Jenkins, 2004).   

 

Healthcare professionals’ experiences of breaking bad news 

Whilst breaking bad news can have psychosocial impacts on patients and families 

(Fallowfield & Jenkins, 2004), it can also affect the healthcare professionals 

delivering it. Breaking such news is recognised as a daunting experience and may 
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often be required before patients and healthcare professionals have developed a 

relationship (Monden, Gentry, & Cox, 2016).  A lack of confidence in this area of 

communication has been self-reported by healthcare professionals (Dosanjh, 

Barnes, & Bhandari, 2001; Monden et al., 2016; Rider, Volkan, & Hafler, 2008).  In a 

questionnaire-based study of paediatric residents, effective communication with 

patients was identified as a personal priority by 99% of respondents, though only 

23% reported feeling confident in speaking to children about serious illness and only 

27% reported feeling confident about giving bad news about a patient’s illness to a 

patient and their family (Rider et al., 2008).   

 

Some of the barriers to breaking bad news identified by residents include: a lack of 

emotional support and time, and clinicians’ fears regarding their own abilities 

(Dosanjh et al., 2001).  Increased levels of self-reported stress as well as 

physiological (cardiovascular) responses by medical staff and students are 

associated with breaking bad news in simulation settings (Brown et al., 2009; 

Hulsman et al., 2010; Shaw, Brown, Heinrich, & Dunn, 2013) and this is more likely 

for those who are fatigued or inexperienced in this skill (Brown et al., 2009).  In a 

study looking at the trajectory of doctors’ stress responses throughout a breaking 

bad news scenario, most participants showed a peak in heartrate response in the 

anticipatory phase of delivering the news with one third exhibiting a sustained 

response which did not return to baseline by the end of the simulated consultation 

(Shaw et al., 2013).  Findings of these studies collecting self-reported and 

physiologically-measured responses emphasise the importance of considering the 

impact of breaking bad news on doctors. These effects can have longer-term 

consequences as well, and the relationships between stress, communication of bad 
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news and possible burnout warrant particular attention with research highlighting the 

prevalence of burnout and psychiatric comorbidity in doctors (Imo, 2017).  

 

Breaking bad news in paediatric and children’s services  

Though there may be overlap in the skills and methods of breaking bad news across 

the lifespan and within different populations, work with children and families can 

bring its own specific considerations and challenges. In a study investigating medical 

residents’ self-assessment of communication skills preparedness, residents reported 

receiving less training and feeling less prepared for paediatric compared to adult 

settings (Dubé, LaMonica, Boyle, Fuller, & Burkholder, 2003).  This was the case for 

communication skills in general and specifically for those needed to deliver bad 

news.   

 

Communication in paediatrics can be thought of as a triad between clinicians, 

parents, and their child, which may be complex and require skilled communication 

that is both patient- and family-centred (Levetown, 2008; Rider et al., 2008).  Outside 

of this triad, other family members may also need to be considered (e.g. siblings, 

grandparents), as well as the wider systems within which children operate (e.g. 

school and peers).  Investigating parents’ appraisals of their child’s healthcare, a 

study consisting of telephone interviews with 151 parents found that their 

perceptions of three factors were influential: clinicians’ informativeness, interpersonal 

sensitivity, and partnership-building (Street, 1991).  Levetown (2008) proposes two 

main areas of patient need during consultations: cognitive (relating to knowledge and 

understanding) and affective (involving emotional needs).  Taking these concepts 
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together, Levetown states that physicians’ behaviours must be both task-related and 

relational. 

 

Studies in the fields of paediatric oncology and palliative care have highlighted the 

important role communication plays in parents’ perception of high-quality care.  

Themes of parents valuing communication that is clear, honest, and demonstrates 

empathy and connectedness through relationship-building are echoed in studies 

examining the experiences and preferences of parents whose child has died (Davies 

& Connaughty, 2002; James & Johnson, 1997; Meyer, Ritholz, Burns, & Truog, 

2006).  In a study by Mack et al. (2005), providing clear information regarding end-of-

life, communicating empathically with care and sensitivity, and communicating 

directly with their child were all factors significantly associated with higher parent 

ratings of care. The same study also examined physician-reported factors associated 

with high-quality care and found physicians’ ratings of biomedical issues (such as 

child’s pain and length of hospital stay) were significantly associated with higher care 

ratings whilst relational aspects were not.   

 

Research gathering the perspectives of lay people and health professionals on 

breaking bad news directly to children asked participants to rate 64 story cards by 

how appropriate they felt the story was (Muñoz Sastre, Sorum, & Mullet, 2014).  Lay 

perspectives were found to be more spread on a spectrum of what was viewed as 

appropriate (with some favouring saying little or nothing to the child), whereas health 

professionals’ perspectives tended to cluster more around telling the child the truth.  

These findings emphasise the complexity of this issue and perhaps the important 
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role of practitioners’ attunement to individual families.  Whilst it is understandable 

that physicians may be more focused on medical and factual aspects, it is clear that 

the additional emotional needs and values of families must be considered as well.   

 

Being attuned to the child, and their developmental and emotional stage is important 

when breaking bad news (Nunn, 2019).  Nunn (2019) proposes that clinicians will 

need to take into account children’s sensorimotor needs, receptiveness to action 

over words, and their use of play as language in the earlier years. As children 

become older, their growing number of attachment figures (through school and 

peers) will need to be held in mind, along with the possibility that they will 

increasingly seek comfort through friendships and more autonomous activities. They 

may, of course, move between these phases given what else is happening in their 

lives.  Alongside this is the need to communicate effectively with parents who may 

be looking to the future and coming to terms with the contrast between their previous 

expectations and their current reality (Nunn, 2019).  Just as no two patients would 

react the exact same way to the same news (Fallowfield & Jenkins, 2004), 

individuality exists within the family unit and each member may have a unique 

response (Nunn, 2019).  This further emphasises the complexity of breaking bad 

news to families as health professionals may be required not only to tailor their 

approach between families but also within families, adapting to individuals.  

 

Interventions to improve breaking of bad news 

Whilst, historically, medical training may have placed more emphasis on “technical 

proficiency” (Monden et al., 2016, p. 101), growing emphasis appears to be placed 
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on communication in the field of healthcare.  To support this, and the delivery of bad 

news in particular, a range of interventions aimed at practitioners have been 

described in the literature.  Some of these include specific structured methods such 

as: the ABCDE technique (Rabow & Mcphee, 1999); the SPIKES protocol (Baile et 

al., 2000), and the BREAKS protocol (Narayanan, Bista, & Koshy, 2010).  Each of 

these methods provides a mnemonic to assist practitioners in the delivery of bad 

news.  ABCDE: Advance preparation, Build a therapeutic environment/relationship, 

Communicate well, Deal with patient and family reactions, and Encourage and 

validate emotions.  SPIKES: Setting up the interview, assessing the patient’s 

Perception, obtaining the patient’s Invitation, giving Knowledge and information to 

the patient, addressing the patient’s emotions with Empathic responses, and 

Strategy and Summary.  BREAKS: Background, Rapport, Exploring, Announce, 

Kindling, and Summarise.            

 

Fallowfield and Jenkins (2004) recognise that many seemingly appropriate 

recommendations and protocols exist, but research into their effectiveness has often 

relied upon self-report confidence ratings. They note that it is, however, important to 

understand whether interventions actually have a significant impact on clinicians’ 

behaviour. One systematic review and meta-analysis of seventeen studies focused 

specifically on the effectiveness of interventions to improve breaking bad or difficult 

news across clinical healthcare settings (Johnson & Panagioti, 2018). Interventions 

were found to be significantly associated with large improvements in practitioners’ 

breaking bad news skills and interventions based on the SPIKES protocol were 

found to bring about greater improvements than interventions based on other or no 

frameworks.     
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Rationale for this review: 

Communication, particularly when it comes to delivering bad news, has been 

identified as an important area of consideration for practitioners, with additional 

challenges faced by those in paediatric settings.  This review aims to build on 

previous research looking at interventions to improve communication of bad news, 

with a specific focus on approaches employed in the area of paediatric and child 

healthcare.  It will address the question: “Which interventions improve professionals’ 

communication of bad news in paediatric settings?”. Communication of bad news 

can be with any individual linked to child (for example, the child or their parent/carer). 

In order to examine more objective communication measures, and acknowledge the 

limitations of self-report outcomes, the review will focus on studies which used 

observer ratings as outcome measures for communication. It is hoped this will 

contribute to the growing evidence base of effective approaches to support the 

communication of bad news in paediatric settings. 
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Methods 

Search Strategy 

Search terms were discussed with a librarian very familiar with searching the literature 

systematically and guided by a previous review looking at interventions across 

healthcare populations (Johnson & Panagioti, 2018).  A protocol was written prior to 

formal searching (Appendix B). Searches were run through three database platforms: 

Ovid (PsychINFO, Embase classic+Embase, MEDLINE® Epub Ahead of Print, In-

Process & Other Non-Indexed Citations and Daily), EBSCO (CINAHL and ERIC), and 

ProQuest (ASSIA, Dissertations and Theses Global) on 27th December 2019. 

Below is the search strategy used in Ovid. A very similar search was conducted in the 

other database platforms with minor formatting changes where necessary. 

1. “bad news” 

2. (difficult adj (conversation* or news))  

3. (negative adj (conversation* or news)) 

4. 1 or 2 or 3 

5. (deliver* or inform* or communicat*) 

6. 4 and 5 

7. (paediatric* or pediatric* or child*) 

8. 6 and 7  
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Eligibility Criteria 

The Cochrane PICO search approach (Lefebvre et al., 2019) was used to guide the 

identification of studies that met inclusion criteria.  Those which met the criteria for 

each of the areas listed below were included in this systematic review: 

 

o Population: studies which included qualified or training clinical staff working 

in paediatric or children’s services.  Any settings related to paediatric or child 

services were included (e.g. children’s hospital, paediatric emergency 

medicine).   

o Intervention: studies examining interventions aimed at improving clinicians’ 

communication of bad news to any person linked to the child (such as the 

child and/or their parent/carer).  Any intervention formats would be reviewed 

including educational, skills training, specific protocols, and simulation.    

o Comparison: studies with and without a control group.  Those without a 

control group needed to at least include pre/post measures.      

o Outcomes: studies which measured participants ability or skill in 

communicating bad news as rated by an observer.  Any form of observer is 

included, for example, staff members, patients or simulated patients.  Studies 

which also presented self-report findings are included but needed an observer 

rating as well.   

 

Studies with quantitative intervention designs were included in this review. These 

could comprise any identified randomised control trials, non-randomised control 

trials, controlled before and after studies and interrupted time series as identified by 
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the Cochrane handbook (Higgins & Green, 2011).  Less robust designs were also 

included for interventions not using designs listed above, though pre- and post- 

measures were required to be part of these studies.  Google search engine was 

used to search for grey literature which may have met inclusion criteria for the 

review, no additional studies were identified using this approach.  Only publications 

written in English were included.   

 

Data Extraction 

The first author (B.G.) extracted the data from publications that met inclusion criteria 

into an Excel (Microsoft) spreadsheet.  Data extracted were split in to three overall 

categories: study characteristics, intervention descriptions, and outcome measures 

and findings.  Study characteristics include: participants, sample size, service 

setting, country the intervention took place in, and research design.  Intervention 

descriptions include: intervention used, theoretical basis for intervention, and use of 

'expert' outside of research team (e.g. in healthcare area or expert by experience 

such as parent).  Outcome measures and findings include: outcome measure(s) 

used, measurement time points, analysis and results, effect sizes, and findings 

summary. Effect sizes were calculated using Cohen’s d. Where possible this was 

done manually using Cohen’s d formula. Where data could not be sourced to use 

this formula, the “Practical Meta-Analysis Effect Size Calculator” (Wilson, 2020) was 

used and indicated in the results ((^) see Table 6). 
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Quality Assessment 

Whilst considering quality assessment tools which could be applicable to the studies 

examined in this review, the authors of this paper reviewed the Downs and Black 

Checklist (Downs & Black, 1998).  Recognising that there are areas of healthcare 

with few randomised controlled trials (the types traditionally reviewed in systematic 

reviews), Downs and Black developed this tool with a view to assessing both 

randomised and non-randomised studies.   

 

The original Downs and Black checklist consists of 27 items with a maximum score 

of 32, enabling an overall quality score to be calculated for each study as well as a 

profile examining the quality in five areas: reporting, external validity, internal validity 

(bias), internal validity (confounding), and power.  For all but two items, raters are 

required to make a decision between “yes”, “no”, and “unable to determine”, 

allocating a score of 1, 0 or 0 respectively. For the other two items they are required 

to provide a score of 0-2 or 0-5.  The quality index is reported to have high internal 

consistency (Kuder-Richardson-20 = 0.89) and good test-retest reliability (r=0.88) 

and inter-rater reliability (r=0.75) (Downs & Black, 1998).   

 

This checklist has been recognised as appropriate for those wishing to appraise 

research “quality and applicability to public health” (National Collaborating Centre for 

Methods and Tools, 2008, p. 1) and suitable for systematic reviews (Deeks et al., 

2003).  As the aim of this systematic review is to assess the methodological strength 

of these studies as opposed to assessing the quality of reporting in the papers, 

scores for the reporting area were excluded from final overall score calculations and 



25 
 

only those for internal validity, external validity, and power were included. As the 

Downs and Black Checklist does not provide score ranges corresponding to quality 

categories, the banding applied in a systematic review by Ratcliffe and colleagues 

(2013) was used.  Based on the overall percentage score, studies were categorised 

as: low quality (≤33.3%), moderate quality (33.4-66.7%) or high quality (≥66.8%).  
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Table 1: Summary of quality assessment by area and criteria description   

 

 

 

Data Analysis 

A descriptive and narrative synthesis approach was used to present the findings 

from the included studies.  This approach was considered appropriate given the 

heterogeneity of the studies, particularly in the range of study designs and outcome 

measures used.    

Area Description

1 Is the hypothesis/aim/ objective of the study clearly described?

2  Are the main outcomes to be measured clearly described in the Introduction or Methods section?

3 Are the characteristics of the patients included in the study clearly described ?

4 Are the interventions of interest clearly described?

5 Are the distributions of principal confounders in each group of subjects to be compared clearly 

descr bed?

6 Are the main findings of the study clearly described?

7 Does the study provide estimates of the random variability in the data for the main outcomes?

8 Have all important adverse events that may be a consequence of the intervention been reported?

9 Have the characteristics of patients lost to follow-up been described?

10 Have actual probability values been reported (e.g. 0.035 rather than <0.05) for the main outcomes 

except where the probability value is less than 0.001?

11 Were the subjects asked to participate in the study representative of the entire population from which 

they were recruited?

12 Were those subjects who were prepared to participate representative of the entire population from 

which they were recruited?

13 Were the staff, places, and facilities where the patients were treated, representative of the treatment 

the majority of patients receive?

14 Was an attempt made to blind study subjects to the intervention they have received ?

15 Was an attempt made to blind those measuring the main outcomes of the intervention?

16 If any of the results of the study were based on “data dredging”, was this made clear?

17 In trials and cohort studies, do the analyses adjust for different lengths of follow-up of patients, or in 

case-control studies, is the time period between the intervention and outcome the same for cases and 

controls ?

18 Were the statistical tests used to assess the main outcomes appropriate?

19 Was compliance with the intervention/s reliable?

20 Were the main outcome measures used accurate (valid and reliable)?

21 Were the patients in different intervention groups (trials and cohort studies) or were the cases and 

controls (case-control studies) recruited from the same population?

22 Were study subjects in different intervention groups (trials and cohort studies) or were the cases and 

controls (case-control studies) recruited over the same period of time?

23 Were study subjects randomised to intervention groups?

24 Was the randomised intervention assignment concealed from both patients and health care staff until 

recruitment was complete and irrevocable?

25 Was there adequate adjustment for confounding in the analyses from which the main findings were 

drawn?

26 Were losses of patients to follow-up taken into account?

POWER
27 Did the study have sufficient power to detect a clinically important effect where the probability value for 

a difference being due to chance is less than 5%?

REPORTING

EXTERNAL 

VALIDITY

INTERNAL 

VALIDITY - 

BIAS

INTERNAL 

VALIDITY - 

CONFOUNDING 

(SELECTION 

BIAS)
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Results 

Summary of Literature Search  

Literature searching took place in several stages following the approach described 

by Moher, Liberati, Tetzlaff, and Altman (2009) and presented in Figure 1.  From the 

database platforms and other searching, 842 potential studies were identified.  

Records from these searches were imported into Endnote X9 and duplicates were 

removed, leaving 532 studies.  Titles and abstracts were reviewed against eligibility 

criteria resulting in 93 articles remaining for full-text review.  These were assessed 

for eligibility against this review’s inclusion criteria.  Following this final phase, ten 

studies were included in the review.  

 

 

 

 

 

 

 

 

 

 

 

 

 

Figure 1 PRISMA flowchart showing process involved in selecting studies, based on 

Moher et al. (2009)         
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Records after duplicates removed 
(n = 532) 

Records screened 
(n = 532) 

Records excluded 
(n = 439) 

Full-text articles assessed 
for eligibility 

(n = 93) 

Full-text articles excluded 
(n = 83) 

• no control group and no pre/post outcome  
measure for rater outcome (n=12) 

• self-report outcome measure data  
reported (n=42) 

• descriptive/discussion/review paper (n=14) 

• not quantitative study design (n=6) 

• unable to access full data (n=5) 

• pilot study of needs assessment (n=1) 

• no intervention (n=1) 

• not paediatric/child clinicians or setting (n=1) 

• initial study, full data presented in paper  
included in this review (n=1) 

 

Studies included in 
qualitative synthesis 

(n = 10) 

Additional records identified 
through other sources 

(n = 1) 
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Overview of included studies 

A summary of study characteristics is provided in Table 2.  The ten studies included 

were published in peer-reviewed journals publishing medical research.  The large 

majority of the studies took place in the United States (n=8) (Attar, Hernandez, 

Mullan, Tang, & Haftel, 2010; Calhoun et al., 2017; Cannone, Atlas, Fornari, Barilla-

LaBarca, & Hoffman, 2019; Greenberg, Ochsenschlager, O'Donnell, Mastruserio, & 

Cohen, 1999; Nellis, Howell, Ching, & Bylund, 2017; Reed et al., 2015; Vaidya, 

Greenberg, Patel, Strauss, & Pollack, 1999; Yuan, Scott, Van Horn, Oke, & Okada, 

2019), one took place in Puerto Rico (Silva, 2008), and another in Canada (Tobler, 

Grant, & Marczinski, 2014).  For ease of reference in the following section, studies 

will henceforth be referred to by their “study number” allocated in this review (see 

Table 2 for details).   

 

All studies employed quantitative designs: four were controlled before-after [1,2,5,7], 

and the remaining six were pre/post designs [3,4,6,8,9,10].  In most studies, 

participant groups were solely comprised of practitioners working in paediatric or 

child services (n=7) [1,4,5,7,8,9,10], whilst others included practitioners from a mix of 

specialty areas (n=3) [2,3,6]. The total sample size was 376.  Service settings 

included in these studies were: paediatric and children’s hospital, paediatric 

emergency care, oncology (including paediatric oncology), palliative care, paediatric 

intensive care units, and tertiary care children’s hospitals and centres.   
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Table 2: Summary of study characteristics    

    

  

No.

Primary 

author, year 

of 

publication Participants n Service Setting Country Research Design

1
Attar, 

2010

Pediatric residents

IG: all residents 

from one cohort

CG: residents not 

exposed to 

intervention

IG: 23

CG: 11

Pediatrics United States

Controlled before-

after

2
Calhoun, 

2017

Emergency Medical 

Services (EMS) 

prehospital 

providers

148

IG:68 

CG:80

Pediatric Emergency 

Medical Service United States

Controlled before-

after

3
Cannone, 

2019 Medical trainees 

and residents

total = 22 (12 in first 

year, 

10 in second year)

Oncology (including 

pediatric hematology 

and oncology) and 

palliative care United States Pre and Post Study

4
Greenberg, 

1999

2nd and 3rd year 

pediatric residents 

and fellows in 

emergency medicine 27

Children's hospital 

emergency 

department United States Pre and Post Study

5
Nellis, 

2017 Second year 

pediatric residents

IG: 12

CG: 19 Pediatric Intensive 

Care Unit United States

Controlled before-

after

6
Reed, 

2015

1st year pediatrics 

and internal 

medicine/ pediatrics 

residents

29 (27 pediatrics, 2 

medicine/ 

pediatrics)

Tertiary care 

children's hospital United States Pre and Post Study

7
Silva, 

2008
Pediatric residents 

IG: 6

CG: 5

Pediatric Tertiary 

Care Centre Puerto Rico

Controlled before-

after

8
Tobler, 

2014

Pediatric trainees 

(general and 

emergency) 33 Children's hospital Canada Pre and Post Study

9
Vaidya, 

1999
Pediatric intensive 

care fellows 7

Tertiary pediatric 

intensive care unit in 

Children's Hospital United States Pre and Post Study

10
Yuan, 

2019

Pediatric emergency 

medicine and family 

medicine residents 34

Pediatric Emergency 

Medicine 

Department United States Pre and Post Study

Abbreviations:

IG: Intervention group, CG: Control group
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All ten review studies examined the effect of interventions on practitioners’ ability to 

communicate bad news and measures of communication were rated by an observer.  

Some studies included intervention and control groups as well as pre and post 

measures (n= 4) [1,2,5,7] and those that did not, at least included pre and post 

measures of communication (n=6) [3,4,6,8,9,10].  

 

Methodological Quality Assessment  

Three reviewers (B.G., S.M., and K.G.) individually rated all of the papers using the 

adapted Downs and Black Checklist items presented in Table 1.  As there were more 

than two raters, Fleiss’ kappa was initially considered as an inter-rater reliability 

statistical measure.  However, one of the assumptions (that raters are non-unique) 

was not met, and Cohen’s kappa was therefore used between pairs of raters.  On 

first rating, there was substantial agreement of 89% between B.G. and S.M. (kappa = 

0.80, p < 0.01), moderate agreement of 73% between K.G. and S.M. (kappa = 0.47, 

p < 0.01), and substantial agreement of 83% between B.G. and K.G. (kappa = 0.64, 

p < 0.01). 

 

Following discussion, any disagreements were resolved and final consensus ratings 

were given for each criterion.  Table 3 provides a summary of the number of papers 

rated as “yes” or “no/unable to determine” for each criterion, a full list of ratings for 

each study is presented in Appendix C.     
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Table 3: Summary of quality assessment by area and criteria based on Downs and 

Black’s Checklist (1998)  

 

  

Rated "yes"

Rated "no" or 

"unable to 

determine"

1 Is the hypothesis/aim/ objective of the study clearly described? 8 2

2  Are the main outcomes to be measured clearly described in the Introduction or Methods section? 10 0

3 Are the characteristics of the patients included in the study clearly described ? 4 6

4 Are the interventions of interest clearly described? 10 0

5 Are the distributions of principal confounders in each group of subjects to be compared clearly 

described? 4 6

6 Are the main findings of the study clearly described? 9 1

7 Does the study provide estimates of the random variability in the data for the main outcomes? 7 3

8 Have all important adverse events that may be a consequence of the intervention been reported? 2 8

9 Have the characteristics of patients lost to follow-up been described? 9 1

10 Have actual probability values been reported (e.g. 0.035 rather than <0.05) for the main outcomes 

except where the probability value is less than 0.001? 10 0

11

Were the subjects asked to participate in the study representative of the entire population from which 

they were recruited? 3 7

12 Were those subjects who were prepared to participate representative of the entire population from 

which they were recruited? 2 8

13

Were the staff, places, and facilities where the patients were treated, representative of the treatment 

the majority of patients receive? 10 0

14 Was an attempt made to blind study subjects to the intervention they have received ? 0 10

15 Was an attempt made to blind those measuring the main outcomes of the intervention? 6 4

16 If any of the results of the study were based on “data dredging”, was this made clear? 9 1

17 In trials and cohort studies, do the analyses adjust for different lengths of follow-up of patients, or in 

case-control studies, is the time period between the intervention and outcome the same for cases and 

controls ? 8 2

18 Were the statistical tests used to assess the main outcomes appropriate? 10 0

19 Was compliance with the intervention/s reliable? 9 1

20 Were the main outcome measures used accurate (valid and reliable)? 9 1

21 Were the patients in different intervention groups (trials and cohort studies) or were the cases and 

controls (case-control studies) recruited from the same population? 8 2

22 Were study subjects in different intervention groups (trials and cohort studies) or were the cases and 

controls (case-control studies) recruited over the same period of time? 8 2

23 Were study subjects randomised to intervention groups? 3 7

24 Was the randomised intervention assignment concealed from both patients and health care staff until 

recruitment was complete and irrevocable? 0 10

25 Was there adequate adjustment for confounding in the analyses from which the main findings were 

drawn? 3 7

26 Were losses of patients to follow-up taken into account? 9 1

Area Description

Number of studies 

REPORTING

EXTERNAL 

VALIDITY

NTERNAL 

VAL DITY - 

BIAS

INTERNAL 

VAL DITY - 

CONFOUNDING 

(SELECTION 

BIAS)

<n1 n1–n2 n3–n4 n5–n6 n7–n8 n8+

POWER
27 Did the study have sufficient power to detect a clinically important effect where the probability value 

for a difference being due to chance is less than 5%? 0 0 0 1 1 8

Size of smallest intervention group

Area Description

Number of studies 
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In the area of reporting, all studies clearly described outcome measures, 

interventions and reported probability values.  Most studies clearly described their 

aims/hypothesis/objectives (n=8) and their main findings (n=9).  The majority 

provided estimates of random variability (n=7) and described patients lost to follow-

up (n=9).  A minority of studies described participant characteristics (n=4), and the 

distributions of principal confounders within groups of participants (n=4).  Very few 

reported all important adverse events that may be a consequence of the intervention 

(n=2).  In terms of external validity, all studies used representative staff, places or 

facilities whilst only a small number provided sufficient evidence to establish whether 

subjects and participants were representative of their entire population (n=3) and 

whether this was the case for those who ended up participating (n=2).   

 

In terms of internal validity relating to bias, all studies were judged to use appropriate 

statistical tests to assess outcomes.  Most appeared to make any “data dredging” 

clear if this had occurred (n=9) and used the same time period between intervention 

and outcomes of all participant groups (n=8).  The majority used a well described 

measure (n=9) and suggested compliance with the intervention was reliable (n=9).  

None of the studies reported blinding subjects to the intervention and just over half 

attempted to blind those measuring the main outcomes (n=6).  Within the area of 

confounding within internal validity, most studies accounted for losses of participants 

(n=9) and recruited intervention and controls from the same population (n=8) over 

the same period of time (n=8).  Few studies randomised participants to intervention 

groups (n=3) or demonstrated adequate adjustment for confounding in analyses 

(n=3) and no studies could be rated as concealing randomised interventions from 

both participants and raters.  Finally, most studies received the highest power rating 
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in the checklist (n=8), suggesting they were sufficiently powered to detect a clinically 

important effect where the probability value for a difference being due to chance is 

less than 5%.            

 

Overall scores were calculated for each study along with a total percentage using 

scores from the areas of internal validity, external validity, and power.  Percentage 

scores were used to determine whether each study was categorised as “low”, 

“moderate” or “high” quality.  A summary of the final ratings and quality 

classifications are presented in Table 4.   

 

 Table 4: Summary of rating scores and quality assessment classification by study 

  

 

No studies were assessed to be within the “low” quality range.  Four were rated as 

being of “moderate” quality [1,3,7,8] and six were assessed as “high” quality 

[2,4,5,6,9,10]. It is also worth noting that one study, categorised as moderate quality, 

Primary author, 

year of 

publication 

Study 

no.  

Total score (out of 21) Total Percentage 

(%) 

Descriptive 

Quality 

Classification 

Attar, 2010 1 14 66.67 Moderate 

Cannone, 2019 3 12 57.14 Moderate 

Silva, 2018 7 11 52.38 Moderate 

Tobler, 2014 8 12 57.14 Moderate 

Calhoun, 2017 2 17 80.95 High 

Greenberg, 1999 4 15 71.43 High 

Nellis, 2014 5 15 71.43 High 

Reed, 2017 6 15 71.43 High 

Vaidya, 1999 9 17 80.95 High 

Yuan, 2019 10 16 76.19 High 
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had an overall quality score which fell on the border of moderate and high [1]. 

Overall, these results suggest that the studies included in this review are of good 

methodological quality, which adds weight to their findings. Examining the 

interventions and outcome measures used in these studies can therefore provide 

valid insights into which tools can contribute to improving the communication of bad 

news in paediatrics settings. 

 

Interventions  

For a summary of intervention descriptions, please see Table 5.  Interventions were 

typically administered in a period of hours to a day (n=8) [2,4,5,6,7,8,9,10], with two 

interventions forming part of a longer-term curriculum spanning eight weeks [3] and 

three years [1].  Six studies reported a theoretical basis underpinning their 

intervention [1,2,3,6,7,8].  The SPIKES protocol was most commonly identified (n=4) 

[1,3,7,8] and was used in all four studies rated as moderate quality.  It was used in a 

modified format incorporating a mindfulness aspect, MR. SPIKES, in one instance 

[3], alongside two other frameworks: Buckmans’ model and HOPE model in another 

[1] and complemented with adult learning theory models in one more [8].  The 

remaining theoretical bases for interventions described were the GRIEV_ING Death 

Notification Protocol [6] and themes acquired through grounded theory analysis of a 

focus group [2] for two studies assessed to be of high quality.       

 

Role plays or simulations requiring the participants’ involvement either with peers, 

faculty, or standardised patients formed part of the intervention in all but one of the 

studies [2].  However, the intervention in this paper [2] as well as those in two other 
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studies [7,8] contained a role play or simulation of breaking bad news performed by 

others for participants to watch.  These were presented either “live” or by video.  

Therefore, overall, some version of role play/simulation was used in all interventions 

presented.  Within role plays, participants either witnessed or were responsible for 

delivering bad news related to the health or life of a patient. All interventions used 

paediatric/child scenarios, either entirely or in combination with adult scenarios.        

 

Didactic teaching related to communicating bad news was a component of the 

interventions used in the majority of the studies (n=7) [1,2,3,6,7,8,10].  Another 

component which featured across most of the interventions was an element of 

debriefing, feedback or reflection (n=9) [1,2,3,4,5,7,8,9,10].  This was led by a range 

of people across interventions including: more senior healthcare professionals, 

participants and peers, and standardised patients.  Other than the components 

mentioned above (didactic teaching; role plays or simulations; debriefing, feedback, 

reflection) some interventions (n=5) also provided participants with additional 

resources such as a course pack [1], online signposting [2], reading materials [7], 

and presentation of a specific breaking bad news tool [3,8].  All interventions 

involved face-to-face contact with peers and one revolved around the use of a 

specifically-developed smartphone app [2].     

 

The input of an “expert” outside of the research team was reported in just over half of 

the studies (n=6) [1,2,3,4,8,9].  Three studies involved people relevant to the 

population being studied (i.e. physicians, paediatric faculty members, healthcare 

providers) in the development of the intervention or outcome measure used through: 
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a needs assessment [1,4], piloting and critical appraisal [2], and focus group [2].  

Two studies involved colleagues from other disciplines (e.g. psychology, social work) 

to contribute to intervention delivery [3,8].  Parents who had personal experiences of 

receiving bad news were reported to be involved in four of the studies [1,2,8,9] and 

their involvement and contributions varied within these.  In one study, the event they 

had lived through was used as the role play scenario on which residents were 

evaluated and a videotaped interview of their personal experiences was shown to 

participants [1].  In another study, parents were part of a focus group used to 

develop a smartphone app aimed at improving communication of bad news in a 

study with emergency healthcare providers [2].  In the third study, they were part of 

the evaluation team assessing paediatric trainees [8] and in the fourth, they formed 

part of the simulated patient group for role plays [9].       
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Table 5: Summary of intervention descriptions 

 

No.

Primary 

author, 

year of 

publication Intervention

Theoretical basis for intervention 

described

Use of 'expert' outside of 

research team (e.g. in 

healthcare area or expert by 

experience such as parent)

1
Attar, 

2010

Curriculum delivered over three years. Each year, 

residents take part in one hour session including 

didactic session and peer-peer role play. Those 

unable to physically attend viewed material using 

web-based format. In second and third year, 

residents took lead in CBN to families during neonatal 

intensive care unit rotations and received feedback 

on this from supervisors.

Three frameworks:

1. Buckman's model for breaking 

bad news

2. SPIKES protocol for delivering 

bad news

3. HOPE model to include 

spirituality aspect

Residents' needs assessment 

using pediatric faculty and 

resident input and practical 

tips from social worker.

CBN scenario based on real 

case with family.  Parents of 

this case provided experience 

of receiving bad news via 

videotaped interview watched 

by residents following the 

exercise with SP.

2
Calhoun, 

2017

Smartphone app including didactic sessions, videos of 

simulated breaking bad news events by EMS 

providers followed by scripted debriefing, signposting 

to online resources.  3 scenarios were used: a sudden 

unexplained infant death, motor vehicle accident 

resulting in death and a suicide.  Focus placed on 

scene management and difficult conversations with 

families.  Voice overs provided explanations and 

debriefing.  

IG and CG participated in a simulation role play with 

SPs in which a infant experiences a cardiac arrest.  IG 

debriefed as a team guided by the app, CG debriefed 

as "usual".  Both took part in another simulated role 

play 1 to 2 hours later.

Developed from focus group with 

stakeholders (EMS providers and 

parents) interpreted using 

Grounded Theory.  Themes 

identified used as basis of app 

content.

Focus groups involving 98 EMS 

providers and 3 parents used 

to develop smartphone app.  

App previewed and critically 

appraised at two conferences 

and piloted by EMS providers.

3
Cannone, 

2019

8 week curriculum, delivered in two hour sessions. 

Each session addressing different areas of 

communication.  Didactic session with whole group 

followed by role plays in small groups with faculty, 

followed by 360 feedback.  Topics and role plays 

following an illness-trajectory (longitudinal course of 

a cancer patient's illness).

Modified SPIKES protcol: MR. 

SPIKES

Guest lecturers invited to 

cover particular topics 

(psychologist, member of 

clergy, sex therapist).

4
Greenberg, 

1999

Participants take part in simulation in which they 

communicate bad news to a SP (child death).  

Following initial simulation, SP provide feedback to 

participants on their informing and counselling skills.  

4 to 10 weeks later, participants take part in a further 

simulation. NR

One of outcome measures 

developed from surveying 

physicians to determine which 

skills should be assessed.

5
Nellis, 

2017 

Participants paired up to take part in simulation with 

two actors playing SP and nurse.  Simulation involved 

unsucessful resuscitation of infant. One participant 

communicated neurological implications of arrest 

with SP and second participant informed SP of child's 

death. Participants received structured debriefing and 

feedback from faculty and SP following simulation.

(CG: received informational package of resources 

focused on communicating with children and families 

at end of life.)

All residents take part in one day bereavement 

retreat seminar approximately 6 weeks post-

simulation and take part in simulation requiring them 

to deliver bad news to SP. NR Unclear
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No.

Primary 

author, 

year of 

publication Intervention

Theoretical basis for intervention 

described

Use of 'expert' outside of 

research team (e.g. in 

healthcare area or expert by 

experience such as parent)

6
Reed, 

2015

Participants trained in "The GRIEV_ING Death 

Notification Protocol", a 2 hour educational 

programme including didactic components, small 

group discussion and role plays. Scenarios specific to 

pediatrics were used in this intervention.  For 

assessments, participants took part in videotaped 

encounters with a SP.

The GRIEV_ING Death Notification 

Protocol Unclear

7
Silva, 

2008

Competency-based workshop consisting of four 

sessions.  Sessions included didactic teaching (based 

on the "Giving Bad News Checklist"), reading articles 

(e.g. on SPIKES protocol), viewing videotapes of 

scenarios in which bad news is delivered 

appropriately and inappropriately, role plays.  

Residents received feedback on their performance 

from SP at different points.   

3-4 weeks following workshop sessions, all 

participants take part in OSCE comprised of two 

scenarios requiring participants to deliver bad news. SPIKES protocol Unclear

8
Tobler, 

2014

5 hour simulation-based workshop divided in to two 

parts. The first included didactic teaching, reflection 

by participants, presentation of SPIKES tool and 

observing live role plays of bad news being delivered 

in a "good" and "bad" manner.  The second, was 

simulation role plays in small groups.  3 scenarios 

were used and each scenario progresses requiring 

bad news to be shared with SP at two points: near 

drowning of infant resulting in death, inflicted brain 

injury in baby with angry grandparents, and traumatic 

brain injury in context of parental discord.  

Participants took part in a group debriefing faciliated 

by staff member with reflective contributions from 

peers.

Participants took part in videotaped OSCE pre and 

post intervention in which they were required to give 

a new diagnosis of either Downs syndrome or 

leukemia.  

SPIKES protocol

Adult learning theory (matching 

workshop content with needs 

expressed by participants)

Parents who had personal 

experience of receiving bad 

news were included in the 

evaluation of participants.

Workshop created by 

physicians and bereavement 

social workers.

9
Vaidya, 

1999

1 day workshop split in to morning and afternoon 

sessions.  Participants received one of two case 

scenarios in the morning and the other in the 

afternoon.  Scenarios were of an infant with 

meningitis and a teenager involved in a motor vehicle 

accident. Participants were required to take part in 

role plays with SP breaking bad news to parents and 

received feedback from SP following first role play.  NR

Some SP selected based on 

personal experience as a 

parent.

10
Yuan, 

2019

Participants randomly assigned to one of two 

simulation cases of breaking bad news.  One in which 

an infants is found to have leukemia and the other in 

which a child has acquired a brain injury following a 

drowning incident.  First, participants take part in role 

plays with SP.  Next they are debriefed and received a 

didactic teaching session lasting 15-20 minutes 

covering topics related to breaking bad news.  Lastly, 

participants take part in a further simulation role play 

and debriefing session, one to two weeks later. NR Unclear

Abbreviations:

IG: Intervention group, CG: Control group, NR: not reported, CBN: Communicating Bad News, SP: standarised patient/parent, OSCE: Objective 

Structured Clinical Examination, SPIKES: Summary of framework: Setting Up, Assessing Perception, Invitation to deliver news, Knowledge giving, 

Empathy, Summary., MR SPIKES: Mindfulness + SPIKES, HOPE: framework incorporating hope, spirituality, religion.
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Outcome Measures 

All studies rated communication of breaking bad news using an observer.  Observers 

watched live or recorded role plays of participants in scenarios where they were 

required to communicate bad news to a simulated patient/parent.  In three studies 

this was done using the Objective Structured Clinical Examination (OSCE) method 

[3,7,8], while the remaining studies described using either role plays (n=4) [1,6,9,10] 

or simulations (n=3) [2,4,5].  Summaries of outcome measures and findings are 

presented in Table 6.   

 

To assess communication, seven studies solely used a pre-existing outcome 

measure, in either an original or adapted format [1,2,3,6,7,8,10].  The remaining 

studies used a pre-existing outcome alongside a checklist created by the 

researchers (n=3) [4,5,9].  Three studies used assessment tools linked to the 

SPIKES protocol [1,3,7,8] and two used the Patient Perception Questionnaire [4,9].  

The following tools were each used by one study: the Gap-Kalamazoo 

Communication Skills Assessment Form (GKCSAF) [2], the Gibb Trust Scale [4], the 

Empathic Communication Coding System [5], the GRIEV_ING Death Notification 

Protocol [6] and the Modified Breaking Bad News Assessment Scale (mBAS) [10], all 

of which were rated as high quality studies.           

 

Findings 

Of the ten studies included in this review, nine found significant differences in 

communication abilities following intervention [1,2,3,4,6,7,8,9,10], of mostly medium 

to large effect sizes, with participants demonstrating improvements in skills for 
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communicating bad news.  In a study providing three-month follow-up scores, the 

improvements remained over time and performance continued to be significantly 

better than at baseline [6]. 

   

Three of the four controlled before and after studies reported pre-intervention 

comparisons between intervention and control groups [1,2,5] and all found no 

significant differences in communication between the groups at this point.  Post-

intervention, statistically significant differences in communication were found 

between intervention and control groups in three studies, with improved 

communication ratings in the intervention groups [1,2,7] with large effect sizes.  

Significant improvements, also with large effect sizes, in communication skills were 

also reported in intervention group participants between pre and post intervention in 

these cases.  No significant differences in communication between intervention and 

control group were observed post intervention in one study [5].        

 

In those studies that did not use control groups for comparison but used within-

subject pre and post measures for participants, statistically significant differences in 

areas of communication were observed with mostly medium to large effect sizes.  

For some, global communication improvements were found (n=4) [3,6,8,9].  Others 

found improvements in sub-categories (n=2): “communication” and “follow up” skills 

in a content issues checklist [4], two trust areas (distrust/trust and 

dependent/interdependent) in the Gibb Trust Scale [4], and the “breaking bad news”, 

“eliciting concerns”, and “providing information” domains in the Modified Breaking 

Bad News Assessment Scale (mBAS) [10].  
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Table 6: Summary of study outcome measures and findings 

 

 

 

No.

Primary 

author, 

year of 

publicatio

n Observer rated outcome measure

Measurement time points for oberver 

ratings Analysis and results Effect size (Cohen's d) Findings summary

1
Attar, 

2010

Checklist of behaviours used during communication exercise with SP. 

First year scenario requiring residents to gain consent for an 

interpreter.  Third year requiring residents to CBN to parents that their 

child had developed an acute and fatal condition.

IG  beginning of residency in first year and 

end of third year of residency

CG  beginning of residency in first year

Analysis of variance

Pre-intervention, IG not significantly different to CG (mean  22.8, sd 3.3 vs mean 20, sd 6.2, 

p ns)

Post-intervention, IG significantly different to CG (mean  26.9, sd 2.1 vs mean  20, sd 6.2, 

p<0.01) and significantly different from IG baseline (mean 26.9, sd 2.1 vs mean 22.8, sd 3.3, 

p<0.01)

CG vs IG post intervention [d 1.49]

IG pre vs post intervention [d 1.48] ↑ communication skills*

2
Calhoun, 

2017
Gap-Kalamazoo Communication Skills Assessment Form (GKCSAF) 

completed by raters (staff and SP).  Checklist containing 9 domains of 

communication and requiring rater to identify 3 top areas of 

communication and 3 main areas needing improvement.

During intial simulation and during 

second simulation (1-2 hours later).

Mann Whitney U

Pre intervention, IG not significantlly different to CG (mean 2.9, sd 0.58 vs mean 3.0, sd 0.46, 

p 0.3331)

Post intervention, IG significantly different to CG (mean 4.0, sd 0.49 vs mean 3.1, sd 0.50, 

p<0.001, effect size r  0.69)

IG pre intervention significantly different to IG post intervention (mean mean 2.9, sd 0.58 vs 

mean 4.0, sd 0.49, p<0.001, effect size r 0.69)

CG vs IG post intervention [d 1.82]

IG pre vs post intervention [d 2.05] ↑ communication skills using app*

3
Cannone, 

2019
1. Videotaped OSCE in which participants were required to break bad 

news to a SP about a cancer diagnosis. Performance evaluated by 

faculty using a scoring instrument based on major headings of SPIKES 

protocol.  

2. Checklist completed by SP following each OSCE.

OSCEs (with faculty and SP scoring)  

before and after completing curriculum.

Paired t-test

Faculty Scoring of OSCE

Significant positive change with t  -3.69 (p 0.0077)

SP Scoring of OSCE

1st year  significant difference in scores pre and post intervention (mean 26.7, sd 4.88 vs 

mean 31.5, sd 5.04, p 0.044)

2nd year  no significant difference in scores pre and post intervention (mean 38.6, sd 5.93 vs 

mean 40.9, sd 5.69, p 0.5)

Faculty scoring pre vs post intervention [d -2.61]^

SP scoring 1st year pre vs post intervention [d 0.97]

SP scoring 2nd year pre vs post intervention, ns

↑ global communication proficiency as rated by faculty *

↑ communication skills as rated by SP for 1st year*

↑ communication skills as rated by SP for 2nd year

4
Greenberg

, 1999

SP completed checklist to assess content issues (developed from 

physician survey), Gibb Trust Scale and Patient Perception 

Questionnaire to assess interpersonal skills

Following first simulation and following 

second simulation (between 4 and 10 

weeks apart).

Wilcoxon signed rank test and paired Student's t test

SP ratings

Significant difference in 2/5 categories of content issues checklist pre and post intervention  

"Communication" (mean 6.84, sd 1.07 vs mean 7.38, sd 0.62, p  0.0192) and "Follow-Up" 

(mean 1.18, sd 0.96 vs mean 1.89, sd 1.36, p  0.0151), no signficiant difference on 

"Content", "Support Systems" and "Intervention" categories.

Significant difference in 2/4 categories of Gibb Trust Scale pre and post intervention  

"Distrust/Trust" (p  0.0113) and "Dependent/Interdependent" (p  0.0411).

"Communication" pre vs post intervention [d 0.62]

"Follow Up" pre vs post intervention [d 0.60]

"Distrust/Trust" pre vs post intervention [d 1.05]^

"Dependent/Interdependent" pre vs post intervention [d 0.83]^

↑ "communication" and "follow up" content skills as rated 

by SP* 

↑ skills in two trust scale areas (distrust/trust and 

depedent/interdependent)*

5
Nellis, 

2014 1. Checklist of communication skills completed by SP and faculty.

2. Empathic Communication Coding System used to assess participants' 

empathy skills.

Checklist of communication skills and 

Empathic Communication Coding System 

completed by SP and faculty following 

simulations in bereavement retreat (1-4 

months post-intervention).

Mann-Whitney test

Communication skills checklist scores

No significant difference between IG and CG (median 36.3 vs 39.1, p 0.66).

Empathic Communication Coding System scores

No significant difference between IG and CG (median 4.0 vs 4.1, p 0.59). ns No significant differences between IG and CG
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No.

Primary 

author, 

year of 

publicatio

n Observer rated outcome measure

Measurement time points for oberver 

ratings Analysis and results Effect size (Cohen's d) Findings summary

6
Reed, 

2015

The GRIEV_ING Death Notification Protocol assessment tool examining 

ten interpersonal and communication competency areas was modified 

and three subscales were examined  "preparation", "bad news 

delivery", and "wrap-up".

Videotaped encounters with SP used for 

assessment at three points

1. Baseline - 4 months in to first year of 

pediatics training

2. Post educational intervention - 1-2 

weeks after educational programme

3. Follow-up - 3 months following 

intervention

Repeated measures ANOVA

Preparation:

Significant difference between baseline and post intervention (mean 38.31, sd 12.45 vs 

mean 67.62, sd 13.11, p<0.001)

Significant difference between baseline and follow up (mean 38.31, sd 12.45 vs mean 69.73, 

sd 12.82, p<0.001)

No significant difference between post intervention and follow up (mean 67.62, sd 13.11 vs 

mean 69.73, sd 12.82, p 0.50)

Bad news delivery

Significant difference between baseline and post intervention (mean 52.44, sd 12.67 vs 

mean 73.99, sd 7.93, p<0.001)

Significant difference between baseline and follow up (mean 52.44, sd 12.67 vs mean 77.73, 

sd 7.97, p<0.001)

Significant difference between post intervention and follow up (mean 73.99, sd 7.93 vs 

mean 77.73, sd 7.97, p 0.035)

Wrap-Up:

Significant difference between baseline and post intervention (mean 18.53, sd 10.09 vs 

mean 43.97, sd 18.26, p<0.001)

Significant difference between baseline and follow up (mean 18.53, sd 10.09 vs mean 42.89, 

sd 16.93, p<0.001)

No significant difference between post intervention and follow up (mean 43.97, sd 18.26 vs 

mean 42.89, sd 16.93, p 0.76)

Preparation

Baseline vs post intervention [d 2.29]

Bad news delivery

Baseline vs post intervention [d 2.04]

Wrap-Up

Baseline vs post intervention [d 1.72]

↑ communication performance across three 

communication subscales*

Improvements sustained over time (at 3 month follow up)*

7
Silva, 

2008

Giving Bad News Checklist from SPIKES protocol, completed by SP

Both IG and CG were assessed on OSCE 

peformance which took place 3 to 4 

weeks following IG completing all 4 

workshops sessions.

Mann-Whitney Test

Significant difference between intervention and control groups on overall scores across two 

scenarios (mean 93% vs mean 73%, p 0.001) IG vs CG [d 2.90]^

Better skills in giving bad news in those who took part in 

workshops*

8
Tobler, 

2014

Rater evaluation of participant performance using 17 item 

communication skills checklist

OSCE pre-workshop and OSCE 3 to 6 

months post-workshop 

Dependent t test

Rater evaluation using communication skills checklist

Statistical difference between total score pre and post intervention (mean 25.30, sd 5.33 vs 

mean 27.82, sd 8.33, p 0.004) Pre vs post intervention [d 0.36]

↑ is communication skills as rated by professionals and 

parents*

9
Vaidya, 

1999 26 item checklist grouped in to 5 categories  communication skills, 

content issues, support systems, interventions, and the Patient 

Perception Questionnaire. 

Checklist completed by rater blinded to order of sessions.

Following each role play  one in morning 

and one in afternoon of workshop day

Paired t-test 

Overall checklist performance:

Significant difference in combined categories score between first and second role play 

sessions (mean 143.1, SEM(+/-10.0) vs mean 160.8, SEM(+/-10.7) - mean improvement 

score 18.1 (+/-5.2) p 0.007) Pre vs post intervention [d 0.57]

↑ improvement in performance of skills for breaking bad 

news*

10
Yuan, 

2019

Modified Breaking Bad News Assessment Scale (mBAS)  22 item 

checklist containing 5 domains (setting the scene, breaking bad news, 

eliciting concerns, providing information, general considerations)

Pre teaching intervention (in first role 

play) and one to two weeks post 

intervention (during second role play) 

Paired t-tests 

Setting the scene

No significiant difference between pre and post scores (mean 1.93 vs mean 1.90, mean 

difference 0.03, sd(+/- 0.65), p .0810)

Breaking bad news

Significant difference between pre and post scores (mean 2.26 vs mean  1.88, mean 

difference  0.38, sd (+/-0.81), p 0.013)

Eliciting Concerns

Significant difference between pre and post scores (mean 2.56 vs mean  2.22, mean 

difference  0.33, sd (+/-0.60), p 0.004)

Providing information

Significant difference between pre and post scores (mean 1.98 vs mean  1.68, mean 

difference  0.30, sd (+/-0.61), p 0.009)

General Considerations

No significant difference between pre and post scores (mean 1.95 vs mean  1.73, mean 

difference  0.22, sd (+/-0.63), p 0.054)

Setting the scene

ns

Breaking bad news

Pre vs post intervention [d 0.47]

Eliciting Concerns

Pre vs post intervention [d 0.55]

Providing information

Pre vs post intervention [d 0.49]

General Considerations

ns

↑ communication skills as rated by SP 

↑ in 3/5 communication domains (breaking bad news, 

eliciting concerns and providing information)*

↑ breaking bad news domain*

Abbreviations

IG  Intervention group, CG  Control group, sd  standard deviation, *  statistically signifiant, ns  not statistically significant, NR  not reported, ^  effect size calculated used sited online calculator 

CBN  Communicating Bad News, SP  standarised patient/parent, OSCE  Objective Structured Clinical Examination, SPIKES  Summary of framework  Setting Up, Assessing Perception, Invitation to deliver news, Knowledge giving, Empathy, Summary. 



43 
 

Discussion 

This systematic review examined ten studies investigating interventions aimed at 

improving the communication of bad news in paediatric settings. All studies were 

assessed to be of either moderate (40%) or high quality (60%) with one study, 

classified as moderate, being right on the cusp between moderate and high quality. 

The overall good quality of these studies strengthens the validity of conclusions 

which can be drawn to assist in answering the review question.  Nine of the ten 

studies reviewed reported significant improvements in communication of bad news 

following interventions.  This suggests that the approaches used are effective in 

increasing the communication skills assessed in practitioners.  The study which did 

not find significant differences in communication pre and post intervention was 

assessed as high quality and did not report a theoretical basis for the intervention.  It 

is not, however, possible to determine whether this can account for the findings, as 

three other interventions from studies also rated as high quality and that also did not 

report the theoretical basis of their interventions did observe significant 

improvements in communication skills.  Two thirds of the successful interventions 

that were found to significantly improve communication reported a theoretical basis 

for their intervention.  Given previous findings that interventions following the 

SPIKES framework resulted in greater improvements in bad news delivery (Johnson 

& Panagioti, 2018), there is merit in considering the underlying principles upon which 

interventions are based.      

 

Studies which reported significant improvements in communication shared many 

features and these were present in studies which received both moderate and high 
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quality ratings.  Role plays or simulations were used in all interventions and the 

majority also included didactic teaching components.  Elements of debriefing, 

feedback or reflection were common in studies and present in all studies assessed to 

be high quality which also found significant improvements in communication 

following intervention.  The findings from this review suggest that these features form 

an important part of this type of training and should be considered in future 

interventions aiming to improve skills for breaking bad news.  This echoes previous 

findings and recommendations for the use of active and practice-orientated 

strategies (Berkhof et al., 2011). 

   

Some of the studies reviewed collected participant satisfaction ratings for 

interventions.  These ratings suggest that participants were satisfied and that 

programmes were well received.  This, in combination with the lack of confidence in 

communication skills reported by participants pre-intervention in some of the review 

studies and elsewhere in the literature (Dosanjh et al., 2001; Monden et al., 2016; 

Rider et al., 2008), adds to the evidence that there is a need for this type of training, 

including from practitioners’ perspectives.  Interventions were relatively short in 

duration, lasting between several hours to one day or were incorporated in pre-

existing curriculums.  As health services need to be mindful of resource and financial 

costs, short, effective interventions that can be easily implemented need to be 

considered and may be more appealing in terms of wider roll out.   

 

Variability in communication assessment measures was observed across the studies 

examined in this review, which poses some difficulty in assessing the effectiveness 
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of particular interventions in improving communication in a specific area (breaking 

bad news).  Some studies appeared to consider this by choosing a measure that 

was based on a breaking bad news framework, such as SPIKES, others focused on 

subscales within pre-existing measures that focused on bad news delivery, and 

some created specific checklists to try to capture particular skills.  Studies rated as 

higher quality which found significant improvements, tended to use modified 

measures or measures that had been specifically created for these studies. This may 

have enabled researchers to focus on particular forms of communication they were 

hoping to target. There is recognition that validated tools to objectively appraise 

breaking bad news are limited (e.g. Tobler et al., 2014; Yuan et al., 2019), especially 

measures looking specifically at this form of communication within paediatric 

settings.  The development and validation of such a tool is an important 

consideration for future research.  This would increase clarity in measuring breaking 

bad news skills and assessing the effectiveness of interventions, while also 

facilitating comparisons across studies. Findings from studies using such a tool could 

be used in meta-analyses, further contributing to this area and strengthening the 

evidence base for using particular interventions to improve communication of bad 

news in paediatric settings.    

 

The role of ‘experts by experience’ parents was highlighted in several of the studies 

reviewed.  Work involving parents in this area enables their experiences to be heard 

and allows their input to be incorporated in to the development and delivery of 

interventions. Parents could also play an important role in the creation of appropriate 

assessment tools, sharing aspects of communication that were important to them. 

Acknowledging some of the differences in perspectives and priorities that may exist 
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between parents and healthcare providers (Mack et al., 2005; Muñoz Sastre et al., 

2014), working with parents at the level of service evaluation, development, and 

research will enable more collaboration across multiple levels of healthcare and 

should continue to be considered in the future. 

 

Of the studies reviewed, one of the higher quality studies included post intervention 

follow-up measures and found improvements in communication were sustained three 

months later.  There is a lack of data for longer-term follow-ups of communication of 

bad news skills in paediatrics, which future research could address.  This would 

allow insight into whether skills are retained over greater periods of time.  Future 

work may also look at methods that promote skill retention and training fidelity, such 

as opportunities for clinicians to engage in additional coaching or supervision 

sessions.  This may mitigate one of the barriers to breaking bad news identified by 

residents of not feeling emotionally supported (Dosanjh et al., 2001) and possibly 

reduce stress and burnout whilst increasing skills and confidence.  

 

In paediatrics settings in particular, it is noteworthy that interventions in the studies 

reviewed here focused on delivering bad news to parents.  This review sought to 

include interventions for communicating bad news to anyone in the child’s network 

but no studies assessed communicating directly with a child. The skill of breaking 

such news to children and young people, taking into account their understanding and 

developmental stage, was therefore not addressed.  Seeing as these individuals 

form a core component of paediatric settings, skills in communicating with them are 

essential.  Future studies may need to think carefully about how interventions aimed 
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at improving these specific skills of communicating bad news to children and young 

people could be assessed.     

      

The aim of this review was to consider which interventions improve professionals’ 

communication of bad news in paediatric settings. From the studies reviewed here, 

particular features appeared to contribute to successful interventions. These include 

the use of: role plays or simulations, didactic teaching, and engagement in forms of 

feedback or reflection. Interventions may also benefit from input from experts by 

experience (such as parents) and their assessment may be further strengthened with 

the development and use of a standardised measure. Future studies could address 

gaps in certain quality criteria areas that were either not carried out or not reported in 

the studies reviewed here. Methodological quality of future studies could be 

improved by ensuring participants are blind to the intervention they are receiving and 

by using randomised control measured for both participants and raters. 

  

Strengths and limitations  

Acknowledging some of the limitations with self-report measures, this review focused 

on observer ratings of communication skills.  It recognised that the designs of 

research in this area may not take the form of those typically examined in systematic 

reviews (such as randomised controlled trials) and attempted to capture research 

from other design methods (such as within-subject pre/post).  Whilst this may be a 

strength in terms of reviewing a broader range of studies, it is important to recognise 

that these designs may be less robust.  During the literature search phase, some 

possibly relevant research was identified, however it was not possible to access full 
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data.  These pieces of research could be valuable additions and, had they been 

included, may have influenced the findings presented in the current review.  Future 

reviews could benefit from including these, if access was possible in the future.      

 

Conclusions  

This systematic review examined ten quantitative studies assessing interventions to 

improve the communication of bad news in paediatric settings.  Studies were all of 

moderate or high quality. Significant improvements in communication skills following 

intervention were found in nine out of the ten studies.  Successful interventions 

shared common features such as role plays or simulations, didactic teaching and 

elements of debriefing, feedback and reflection. Two-thirds provided a theoretical 

basis for their intervention.  These findings suggest that interventions containing 

these features can support healthcare professionals in improving their ability to 

deliver bad news to parents.  Future research should consider longer-term follow-

ups; the development and implementation of a validated tool to assess breaking bad 

news skills in paediatrics; the inclusion of parents in service development and 

research; and interventions to support communicating bad news to children and 

young people.     
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Abstract  

Receiving the diagnosis of cystic fibrosis (CF) is a significant life event for families. 

With the screening of CF included in newborn screening, families can receive the 

diagnosis shortly after birth, a time already recognised as bringing significant change 

and possible challenges. It is important to understand parents’ experiences of 

newborn diagnosis of CF as this can help inform future service delivery. Using 

Interpretative Phenomenological Analysis, the current study interviewed seven 

mothers about their experiences of receiving a newborn diagnosis of CF. Interviews 

were transcribed and analysed with three superordinate themes emerging: Cognitive 

and Emotional Experiences; Connection; and Knowledge. These results are 

discussed in relation to existing literature, theories and research. Clinical implications 

and future research are considered.   

 

Keywords: cystic fibrosis, newborn screening, diagnosis, parents 
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Introduction 

Cystic fibrosis (CF) is a life-limiting, genetically inherited condition affecting over 

10,500 people in the United Kingdom (Cystic Fibrosis Trust, 2020) and around 900 in 

Scotland (Scottish Government, 2019). Significant improvements in survival have 

been observed since the introduction of specialised CF care (Smyth et al., 2014).  This 

includes the implementation of newborn heel prick blood spot screening which covers 

screening for CF as well as other hereditary conditions (National Health Service, 

2018).  Newborn screening (NBS) for CF began in Scotland in 2003 (Cystic Fibrosis 

Trust, 2020). 

 

Chronic health conditions can increase the risk of emotional distress throughout the 

family (Holmes & Deb, 2003) and the impact on caregiver wellbeing has been 

highlighted (e.g. Chow, Morrow, Robbins, & Leask, 2013; Cousino & Hazen, 2013).  

Systematically reviewing literature from the preceding two decades, Berge and 

Patterson (2004) report that as well as impacts on the individual with CF, psychosocial 

impacts have been found in siblings and parent caregivers. In a multi-country 

epidemiological study, parents of children with CF were found to have anxiety and 

depression rates that were two to three times more elevated than community samples 

(Quittner et al., 2014). Additionally, adolescents were found to be significantly more 

likely to be above clinical cut-offs for anxiety and depression if their parents’ responses 

were elevated. Parents of children with CF are required to take on additional 

caregiving roles such as treatment administration and management which can come 

with a range of financial, practical and emotional challenges (Fitzgerald, George, 

Somerville, Linnane, & Fitzpatrick, 2018).  These new roles may result in a change in 
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personal identity for parents and an increase in “burden of responsibility” (Hodgkinson 

& Lester, 2002), which often occur alongside uncertainty and changes in children’s 

health status (Fitzgerald et al., 2018).  It is therefore important to consider the health 

and needs of parents of children diagnosed with CF.  

 

Benefits linked to neonatal screening for CF include reduction in disease severity, 

burden of care and costs (Castellani et al., 2009; Southern, Merelle, Dankert‐Roelse, 

& Nagelkerke, 2009), and increases in quality of life and life expectancy (Smyth et al., 

2014). Studies with families who have gone through the screening process report 

increased levels of anxiety and distress, and though this may be transient depending 

on the outcome of screening, the experience appears to be common regardless of 

outcome (Hayeems et al., 2016; Parsons & Bradley, 2003; Ulph, Cullinan, Qureshi, & 

Kai, 2015). Despite this, parents’ favourable attitudes to newborn screening have been 

taken as an indicator of the acceptability of early diagnosis (Parsons & Bradley, 2003).   

      

Receiving the news that your child has CF is the beginning of a long-term process and 

appears to be a salient memory for parents (Chudleigh et al., 2016; Havermans, Tack, 

Vertommen, Proesmans, & de Boeck, 2015). Using a grounded theory approach to 

explore experiences of parents receiving a positive NBS result for CF or sickle cell 

disease, Chudleigh et al. (2016) proposed a theoretical framework in which “complex 

interactions between factors that occur before, during and after diagnosis” (p.1222) 

influence parental experiences. Parental understanding of NBS and its possible 

outcomes, method of diagnosis delivery, and the person communicating this were 

highlighted as important, as was the need to support parents in sharing news with 
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others. Queries arose regarding whether diagnosis should be by telephone or in 

person, though there appeared to be consensus that this should be done by a 

professional knowledgeable in the condition. Diagnosis is recognised as an emotional 

time for parents with shock and disbelief reported (Chudleigh et al., 2016; Jessup, 

Douglas, Priddis, Branch-Smith, & Shields, 2016). In both these studies, parents 

spoke of how they received and sought information. Considerable variability arose in 

parents’ preferences for the amount, timing and staggering of information presented 

(Jessup et al., 2016). This variance may reflect the complex processes involved in 

receiving a diagnosis. 

 

Receiving the diagnosis of CF is a significant life event for families and may influence 

how they adjust.  Diagnosis from NBS occurs during the perinatal period, already a 

time of ‘unparalleled change’ for families (Howard, Piot, & Stein, 2014). The current 

study aims to add to the small body of research in this area by exploring experiences 

of parents who have received a newborn diagnosis in Scotland, and by considering 

families’ contexts prior to diagnosis. The primary question of this study is “What are 

parents’ experiences of receiving a newborn diagnosis of CF?”, aiming to capture how 

parents experienced the process of their child receiving a CF diagnosis following 

neonatal screening. To allow a detailed exploration of the rich descriptions of 

experience provided by parents, it will employ an Interpretative Phenomenological 

Analysis (IPA) approach. As IPA is “concerned with the detailed examination of 

personal lived experience, the meaning of experience to participants and how 

participants make sense of that experience” (Smith, 2011, p. 9) it is viewed as suitable 

for this study. IPA focuses on describing, understanding and interpreting participants’ 

experiences (Tuohy, Cooney, Dowling, Murphy, & Sixsmith, 2013), not seeking to 
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provide one ‘truth’ but to make sense of depictions of experiences. Input and 

perspectives from service users, including parents, is integral in helping inform health 

service delivery. IPA is recognised as a suitable approach in healthcare research given 

its ability to draw links between the meaning participants attribute to events (Smith, 

Jarman, & Osborn, 1999), their inner cognitive worlds and biopsychological principles 

used in healthcare (Biggerstaff & Thompson, 2008).  As it is interested in providing 

detailed insight into the personal lived experiences of individuals (Tuffour, 2017) it is 

believed IPA will support the exploration of parental experiences of receiving a 

newborn diagnosis of CF.  

 

2. Methods 

2.1 Design  

As this study aimed to explore the experience of parents in relation to a specific 

event, it employed a qualitative phenomenological research design, an approach 

recognised for capturing the lived experiences of groups of people (Chenail, 2011; 

Finlay, 2011). Focusing on experiences of receiving a newborn diagnosis of CF, 

parents were interviewed using a semi-structured questionnaire. Interviews were 

recorded, transcribed and analysed following IPA guidelines (Smith, 2011).  

2.2 Participants 

Seven mothers whose children received a diagnosis of CF from NBS in Scotland 

participated (both mothers and fathers were invited to participate). This sample size 

is comparable to IPA studies of parental experiences (Carpenter et al., 2018; 

Iversen, Esbjørn, Christensen, & Hansen, 2012). Participants met the following 

criteria: parent of child with CF; adult aged 18 years or older; able to provide 
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informed consent; diagnosis received from NBS in Scotland; diagnosis received at 

least six months prior to interview; participant had remained the primary caregiver.  

 

2.3 Recruitment 

Participants were recruited through specialist paediatric CF services. CF nurses 

identified families meeting inclusion criteria and provided those who were interested 

with participant information sheets (Appendix H). The researcher (B.G.) made 

contact with those wishing to take part and offered to meet participants in their 

preferred location: either at home or in clinic. Informed consent (Consent form, 

Appendix J) was sought after any additional questions were answered and before 

interviews began. Confidentiality and its limits were made clear and participants were 

informed that participation was voluntary and they could withdraw at any point.   

 

2.4 Data collection 

Participants answered demographic questions and engaged in a 30-60 minute 

interview. These were guided by a semi-structured questionnaire (Appendix L) which 

was reviewed by an expert-by-experience parent, CF nurses and a parent advocacy 

charity. Following IPA approaches (Smith, Flowers, & Larkin, 2009) questions were 

open-ended and used flexibly to enable parents to discuss issues of importance. 

Recognising that bridging research and clinical practise is a strength in 

phenomenological approaches (Finlay, 2011), clinical skills including active listening, 

reflection, and monitoring participant affect were used. All interviews were recorded 

on NHS digital recorders. Due to the relatively small parent population, demographic 



63 
 

information is not reported and pseudonyms have been assigned to ensure 

anonymity.    

 

2.5 Analysis  

Given the aim to collect in-depth data regarding the phenomenon of diagnosis, IPA 

was believed to be a suitable form of analysis to enhance understanding through 

theme generation. Smith et al.’s (2009) process of analysis was followed. Interviews 

were transcribed, read and re-read whilst listening to recordings. Initial note-taking 

was done whilst attempting to “maintain an open mind and note anything of interest 

within the transcript” (p.83). Following this period of engagement and immersion in 

the material, emergent themes were identified within interviews. Next, these were 

grouped to form superordinate themes (Appendix N) and patterns across all 

interviews were explored. Triangulation methods (Carter, Bryant-Lukosius, DiCenso, 

Blythe, & Neville, 2014; Patton, 1999) were used to help increase validity and 

credibility: development of themes was reviewed in supervision, participants 

provided feedback on data interpretation, and themes were linked to existing 

theories and findings.  

 

2.6 Reflexivity  

Transparency and reflexivity are important in increasing quality in qualitative 

research (Clancy, 2013).  The primary author recognises that certain prejudices as a 

white, female, middle-class, trainee clinical psychologist, non-parent may affect 

understanding of results. Though separate from CF teams, the primary author is 

linked to these healthcare professionals and this may have impacted parents’ 
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account and in turn, the researcher’s understanding. Supervision, reflection on the 

process with colleagues and keeping a reflective journal (Appendix O) were methods 

used to reduce bias by increasing awareness of attitudes and beliefs held and to 

promote openness.             

 

2.7 Ethical considerations  

This study received ethical approval from the NHS South East Scotland Research 

Ethics Committee 02 and two health boards (Appendices E, F, G). It was recognised 

that, given the nature of the topic being explored, interviews may be emotive for 

participants.  The researcher is experienced in working with people who may show 

signs of distress and was able to monitor appropriately for this. Risk management 

plans were in place though did not need to be used. A protective factor for 

participants was existing relationships with CF teams who could provide support if 

needed. Additional supports were highlighted as part of debriefing (Appendix K).   
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3. Results 

Seven mothers took part in interviews which lasted between 30 and 60 minutes.  

From the analysis described above, three superordinate themes, each containing 

four subordinate themes, emerged.  Superordinate themes were labelled: “Cognitive 

and Emotional Experiences”; “Connection”; and “Knowledge”.  Each transcript 

provided evidence of all three superordinate themes and the large majority provided 

evidence for each of the subthemes (see Table 1 for a summary of themes by 

participant). Six of the seven participants provided feedback following their 

interviews, and all were in agreement that interpretations accurately reflected their 

experiences.  

 

3.1 Theme 1: Cognitive and Emotional Experiences  

Cognitive and emotional experiences regarding the process of diagnosis were 

described by all mothers.  Mothers reported having very specific memories from the 

time of diagnosis and shared the psychological and emotional impact the diagnosis 

had on them. They described trying to navigate uncertainty during the diagnosis 

process and their experiences of making sense of pre-diagnosis difficulties following 

receiving the news that their child had CF.  

3.1.1 Vivid memories 

Participants described receiving the diagnosis as a pivotal point of change in their 

lives, recalling it with clarity. Mothers painted a picture of a life pre-diagnosis that had 

been ‘typical’ which was then altered when they received the news. Kate pinpointed 

this shift to the specific moment she received a phone call from professionals: 

 



66 
 

Kate: “Family life was good, aye life was good… And then the phone rang and 

that was the changer.” 

Natalie highlighted her impression of the speed with which the diagnosis changed 

her experience: 

Natalie: “I had to go and change my life all of a sudden from a normal life to a kid 

that was really needing a lot more help.”  

As well as clearly recalling the change that came with diagnosis, mothers expressed 

having very vivid memories from this time. Not only was this evident in the details 

they provided but many commented explicitly on the quality of their recollections. As 

Emily shared her recollections, she pointed out being able to remember the exact 

date. The strong tone with which she communicated this appeared to be a way of 

emphasising the event’s significance, signalling the extent of the impression it left.      

Emily: “But then when I got the phone call on the [exact date] – I remember the 

date – they said “Oh something’s come back on his heel prick, someone’s gonnae 

come out to see ya.  At 1 o’clock.”” 

Kate was equally explicit and used a similar tone when sharing the exact time of the 

diagnosis appointment. Further to this, she used space in the room to physically 

depict how clearly she could remember where each attendee was sitting. 

Kate: “So we went in for the appointment which was half past two.  I can still 

remember that. And [the doctor] was right across from me, his dad was sitting 

next to me, my mum was next to me [gesturing] and [CF nurse] was in the room.” 

Participants emphasised the vividness and specificity of their memories from this 

time, which seems indicative of the significance of their diagnosis experience. 
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3.1.2 Psychological and emotional impact  

In recounting their experience of receiving the newborn diagnosis of CF, mothers 

described the emotional and psychological impact this had on them. Participants’ 

shared feeling in shock when receiving the news and expressed how bad this felt to 

them. The emotion was palpable during interviews and often resurfaced, as was the 

case for Emily:  

Emily: “Oh horrendous! Absolutely horrendous… yeah the worst day of my life. 

See even getting upset today just thinking about it.  But yeah it was pretty grim 

like… [starts crying] …”.  “It was a very emotional day.”  

Participants’ narratives conveyed the difficultly of receiving the news. The gravity of 

the situation and the toll this took emotionally and psychologically was expressed by 

all. Mothers’ language reflected this as well as an initial focus on “all the bad stuff” 

(Jane). Natalie likened becoming aware of the diagnosis to experiencing a death:  

Natalie: “It was just the whole feeling of it.  How do you explain it?  It’s like 

somebody had died, it’s like somebody has died when you find out.  I would have 

cried for like a week maybe… I’m the type of person that shuts down.  I just shut 

down and stopped talking to everybody that week… It put me in anxiety and like, 

oh honestly, that week was the horriblest week of my life.””. 

Experiencing forms of anxiety and lower mood was common amongst participants. 

Receiving the diagnosis led to certain forms of thinking such as panicking about the 

future and focusing on negatives and feeling they were in “a dark place” (Emily). 

These forms of thinking impacted on mothers’ behaviour and they described 

experiences of crying or withdrawing in some form. 
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Kate: “I kind of stopped going out for a while.  I mean just even for walks and 

things.  I’d say I probably had a wee bit depression… It was really hard, definitely.”  

Mothers painted a picture of the experience of diagnosis being a key low point for 

them. In recounting their levels of distress and emotional reactions participants 

reflected on this being one of the most challenging points in their journey with CF. 

Sophie described her mental health being especially affected at this stage and 

feeling that her family had ended up in unfavourable circumstances:    

Sophie: “Like I suffer from anxiety so that was really bad at that point and I was a 

bit depressed… I did say to her [health visitor] that I was in a real bad, not place, 

but just like really upset and it wasn’t like major depression just sad and crying 

and just felt like our luck was the worst luck.” 

3.1.3 Trying to manage uncertainty  

Within this difficult process of diagnosis, mothers shared experiencing considerable 

amounts of uncertainty. They faced into trying to take on board unexpected, and 

often very unfamiliar, information at a time of shock. At certain points this uncertainty 

led mothers to be in denial or disbelief:  

Sophie: “Emmm it’s just not what you want to hear.  Just kept on telling myself 

“She’s not got it, she’s not got it.”  Major denial at that point.”  

Grace recalled grappling with uncertainty regarding her child’s health status. She 

depicted a struggle between disbelief and acceptance:  

Grace: “Emmm cos at first I was thinking “nah it’s wrong, it’s wrong ken its no my 

bairn”. “I did nae want to really, I did nae want to accept it.”   
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With the diagnosis process involving several stages, this uncertainty was often 

magnified due to families needing to wait between different points of information from 

professionals or medical tests and procedures. The lack of certainty and clarity 

appeared to confront participants and perhaps exacerbated their feelings of being 

out of control. Jane described one example of trying to manage these feelings: 

Jane: “… but I had 40 minutes of Google of not having a flipping clue what it could 

even possibly be so that 40 minutes was actually the worst… Emmm so I think the 

big things that I look back on that were the worst parts of that day were waiting 

between the call from the midwife and people arriving because I thought the worst 

and then probably the delay [in starting medication].”  

For participants, it seemed this psychological experience of managing uncertainty 

formed part of what made receiving the newborn diagnosis so difficult.    

3.1.4 Sense-making with hindsight  

As well as participants experiencing the diagnosis phase as a period of managing 

uncertainty it provided an opportunity to make sense of pre-diagnosis symptoms they 

had been unsure of. With hindsight, mothers were able to better understand previous 

experiences and difficulties with their babies within the context of CF. This took the 

form of reviewing the contrast between expectations mothers held about what was 

‘normal’ for babies versus signs their babies were displaying: 

Grace: “With [child] it was different to my other kids, because I knew something 

was wrong… It was dirty bum after dirty bum so it was nae like a normal baby.  So 

I kind of had a feeling something was wrong…” 

Hindsight allowed participants to revisit past hypotheses and allowed them to 

conclude that much of what they had noticed could now be better explained.  
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Sarah: “And there was wee signs at the start but none of the kids in my family had 

been breastfed so a lot of things they were saying to me “oh that happens with a 

breastfed baby”… but at the same time … there was wee signs.”  

Jane: “… in the first few weeks because I had really bad feeding issues like so his 

weight had dropped. Now everyone attributed that to breastfeeding being a 

challenge. Probably in hindsight it was because he wasn’t getting the nutrients 

from the milk, obviously, because of his enzymes.”  

Though this, of course, did not make receiving the diagnosis easier, the ability to 

make sense of past occurrences with hindsight seemed to provide validation for 

mothers’ earlier feelings that something was ‘wrong’.   

Natalie: “… and it was just like when you know something is wrong with the kid.  

Because I knew something was wrong anyway.  The chest wasn’t right and the 

poos weren’t what you would expect.”  

In navigating a different path to the one they had imagined, sense-making with 

hindsight may have provided reassurance about how well mothers did know their 

child and their ability to care for them even in the midst of this unexpected diagnosis.   

3.2 Theme 2: Connection  

Connections to their child, to pre-existing support systems, to new healthcare 

systems and connections built through shared experiences formed part of 

participants’ experiences of diagnosis.     

3.2.1 To child 

Mothers’ narratives demonstrated how they connected to their child with CF. A 

strong sense of putting their child’s needs first and ensuring they received the care 
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they needed was echoed in all interviews. Participants’ commitment to doing what 

they felt was best for their child led them to make a range of sacrifices such as 

ceasing employment, restricting access to previously visited locations due to 

contamination risks, and continuing to breastfeed despite challenges faced with this.  

Kate: “So I guess if he had nae been diagnosed I would have probably just continued 

to work.  But obviously [child] came first so I left…” 

Jane: “Because I was like “if this [breastfeeding] helps him, wooft! I don’t care how 

sore it is, I will do it”...”. “I was focusing on what do I need to do to make him better 

… So I was like “OK, well then let me do that [start treatments] now, let me do that 

as soon as I can because I want him to be as well as possible”.” 

The connection to their child and drive to care for them appeared to provide 

participants with additional strength to persevere through difficult circumstances and 

to act as advocates. Natalie described undergoing a personal transformation: 

Natalie: “Before her I was one of those people, I was like a people pleaser so I 

never used to want to hurt other people’s feelings but since I’ve had her, I’ve kind 

of become, excuse my language, but like a little b***h.   So it’s just one of those 

things you have to do and put your foot down whether nobody likes it or not.”   

Whilst trying to take on board information in the present during diagnosis, mothers’ 

focus on their child was not only in the current moment but included thinking ahead 

to their child’s future and connecting with what may be in store for their child. 

Participants shared their experience of thinking about their child’s future health 

status and the impact CF might have on their life. This led mothers to think about 

how their child’s life might be different to the one they had originally expected for 

them and losses that may be experienced.   



73 
 

Sophie: “But in my head, I just kept thinking she’s going to be unwell all the time.” 

“Because you just think “what’s my kid’s future going to be like?”.” 

Mothers’ described specific pieces of information standing out and their thoughts 

seemed to return to these. Particularly salient was the impact CF may have on their 

child’s life expectancy and fertility. On top of the initial diagnosis news, this additional 

layer of complexity was prominent in mothers’ narratives and brought about 

emotional reactions as they connected with their child’s future.    

Emily: “So I was like “Oh my God” thinking he wasn’t going to be here.” “The other 

thing actually that was soul destroying was when they tell you that they can’t have 

kids, like, themselves.”  

Jane: “… I genuinely was like “he’s gonna die when he’s 35, he’s not going to be 

able to have his own family” and genuinely they were the only two things I could 

think of.”   

In trying to assimilate unexpected and important information during diagnosis, 

mothers described a connection to their child across time.  

3.2.2 To own social supports 

All parents described their experience of social supports during diagnosis. Pre-

existing support systems played an important role and mothers explained how they 

valued this connection with family members in particular. A need to be cared for was 

expressed and this appeared to be for both emotional and practical support. 

Emily: “My mum really, my gran.  She’s amazing… They were very hands on, they 

helped loads.”.  

Grace: “If I needed to speak to someone, I’d speak to my sister.”. 
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With time to reflect back on this support, mothers shared how crucial they felt it had 

been to them and commented on how much more difficult they thought things would 

have been without this connection to their support systems.   

Kate: “Don’t know what I would have done without my mum actually.  My dad as 

well… They’re always looking out for us… It’s good to know I’ve got that support 

there”. 

Jane: “I think like I had the immediate support that I needed.  I understand that 

probably a lot of people don’t have that and they did explain to us that there is like 

a psychology service available but we never actually spoke to anybody because 

as I said, my husband and I speak when we need to… But also we have amazing 

family and friends… but I think if you don’t have that support, like if I hadn’t had 

my husband that day, it would have been horrendous.”    

Even where relationships became strained, mothers emphasised the value of 

receiving support either from that person or another within their trusted group. Kate 

spoke of this type of connection even within the context of parental separation:   

Kate: “We ended up splitting up.  And everyone always asks is it because of the 

pressures. Maybe it is… But I still have a good relationship with him the now.  

He’s very much supportive… It definitely put a big strain on things.”  

3.2.3 Through shared experiences 

As well as connecting with specific people, participants described connecting with 

others through shared experiences. The newborn diagnosis of CF impacted not only 

parents but those around them as well. Mothers spoke of others sharing in the same 

emotional reactions. 
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Natalie: “I remember one time when I went home everybody started crying.” 

Kate: “Kind of minded it just being a bit like everybody being in shock I think.” 

Through these shared experiences, a sense of togetherness emerged as an 

important part of the diagnosis phase for parents. These seemed to bring people 

closer together and reinforced mothers’ feeling supported by a wider network. 

Emphasis was placed on the collective experience of receiving the diagnosis and on 

how others joined parents at this upsetting time.       

Emily: “We were all in bits.  My mum, my dad, his dad’s parents were there as 

well. And my sister.”  

Connections through shared experiences were also apparent beyond family circles. 

Others’ ability to be empathic, witness, and acknowledge what mothers were going 

through played a role in promoting connectedness.    

Jane [describing CF team]: “Massively empathetic … And they did very much 

listen…” “… she [nurse] obviously wasn’t going through it personally per se but, it 

was like she was like: “I get it, it’s awful, it’s fine, I’m here” and she gave me a hug 

again…”. 

Sharing experiences joined parents with others. As mothers and others were faced 

with this difficult news, this connection appeared to provide some comfort.   

3.2.4 To CF team 

The importance and strength of the relationship between families and the CF team 

was expressed by all. The diagnostic period is the beginning of a long journey with 

the team and the start of a process of nurturing a new connection was highlighted in 
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mothers’ narratives. In describing this connection with the CF team, participants 

expressed how integral the team was in their network, often likening them to family.       

Sarah: “It is good because you do form a relationship with them… the stuff you 

share with them you kinda need to grow a bond.”   

Emily: “But everything from their part was amazing.  You kind of build a friendship 

with them. They become like your family [laughing].” 

Key contributing factors to the success of these connections were the CF team’s 

characteristics and approaches. Their attunement to families and ability to be 

adaptable and family-centred surfaced across interviews. The team’s availability to 

support families enhanced connections and provided reassurance.   

Sarah: “I just have to say the team have been brilliant to me from the start, they 

really have.  Anything at all, I just phone them, there’s always somebody there… 

They’ve always said: “we’re here if you need us, if you need us just phone”.”  

The flexible support offered by teams, along with a non-judgemental approach, 

seemed to contribute to parents feeling respected and contained. This enabled 

families to share honestly and to move at a pace that was better suited to them.  

Sophie [about starting treatments]: “But they said: “just one step at a time… just 

don’t rush, when you’re ready just start building yourself up… it was good them 

saying just relax and take it easy.” 

Grace: “And they were always there, they listened, they would never turn you 

away if I had a question or was worried about her. The silliest wee things even…”.   
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The value of developing a reciprocal relationship was articulated by mothers and the 

empathic skills displayed by CF team members contributed to connectedness. This 

appeared to help empower parents to be active participants in their child’s care.  

Jane: “… it was very much like there’s a whole team that will help you look after 

him and even to this day, I feel part of that team… From day one they respond to 

what we say.  Not driven by them or by us, it’s a kind of collaboration.”  

These characteristics appeared to contribute to the CF teams’ ability to provide 

containment and build trust with families with the term “can’t fault them” coming up 

multiple times. The diagnosis period provided mothers with an opportunity, and a 

need, to avail of connections already present in their lives and to build new bonds 

and support systems with their CF teams.  

 

3.3 Theme 3: Knowledge   

Across interviews, parents shared the role that knowledge and information played in 

their experience of diagnosis. Mothers described their experience of knowledge 

acquisition and development as well as preferences for certain forms of information 

and knowledge transmission.    

3.3.1 Learning development 

Common amongst participants was the need to rapidly engage in a new learning 

process following diagnosis. Six out of seven women had no previous knowledge of 

CF and many reported being unsure of, or having forgotten, what NBS tested for.  
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Emily: “I remember him getting the heel prick when he was wee and you don’t 

really even look what it’s testing for, you know?” “I had no idea what it [CF] was.  

I’d never even heard of it before.” 

Grace: “… but I did nae have a clue cos I’d never heard of any of this.” 

The one participant who had previous CF knowledge (due to having a relative with 

CF) acknowledged how she may have felt without this. 

Sarah: “[If] I had no experience whatsoever I would have been like “what on 

Earth?”, I would nae even have known what it was if it was not for [relative] to be 

fair.”  

The lack of knowledge mothers described having at the time of diagnosis may have 

added to feelings of distress and shock. During the diagnosis phase, mothers 

recalled working to establish new routines and learning to administer treatments. 

Though this was challenging, greater familiarity with these adaptations appeared to 

increase a sense of control for participants.    

Jane: “So yeah, it was new, but within a few days it was just our routine.  The 

hardest thing was probably the night feeds because I was having to … [gesturing 

pouring medication, laughing] … I think it is harder for breastfeeding mums 

because you don’t know how much milk they get.”  

This development in learning was accompanied by an attitude of needing to “get on 

with it”, often communicated in quite a matter-of-fact tone. Descriptions portrayed 

this sentiment arising perhaps after a period of assimilating information. This 

appeared to provide mothers with a way of moving forward for their family.   
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Grace: “It’s the shock more than anything but once you’ve passed that then you 

know that the baby needs help … and you just have to get up and get on with it.”  

3.3.2 Clarity of information 

With receiving and searching for new information forming a critical part of the 

diagnosis phase, mothers expressed preferences for how this was transmitted to 

them. All mothers were complimentary of how CF teams shared information with 

them on the whole. The amount of new information, quantity, and pacing were 

identified as important factors.   

 Kate: “I feel like I did get it explained well, they did nae throw everything in one pot 

at the same time.” 

Along with getting the right amount of information, a need for the use of clear 

language was expressed. The emotional responses of participants in combination 

with trying to take on board unfamiliar information, as described above, may have 

contributed to mothers seeking language that was easier to comprehend.   

Grace: “And they were nae actually telling me what was wrong at first, they were 

just talking. And big big big words. And I was like looking at my sister like “I 

dunnae understand what yous are telling me”.”  

In line with this, participants described appreciating receiving information in an 

honest and direct form. There seemed to be a recognition that receiving the 

diagnosis involved hearing difficult information and it was favourable that this was 

done without trying to minimise aspects.   

Emily: “May as well tell everybody how it is. No point in trying to butter it up as 

such. No, I liked the way, the way they were like “this, this, this and this.”.”    
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Wanting clear and reliable information from sources outside of the CF team was also 

described by participants. Mothers spoke of the need to be cautious when using the 

internet to search for information based on their experiences and warned of poor 

quality or inaccurate information.  

Sarah: “And the first thing you do is go off and Google it and Google is never 

going to be a good answer…” 

Sophie: “There isn’t really a lot of [good] information. Apart from the CF Trust, 

Butterfly Trust... You’re best either going on there or asking the CF team 

themselves…” 

Quality and clarity of information were sought by mothers to increase their 

knowledge and they spoke about the importance of this for families who may receive 

a diagnosis in the future. This type of information delivery seemed to play an 

important role in helping families to manage an already challenging time, especially 

when poor quality information had the potential to add to confusion or distress.   

3.3.3 Seeking hope 

Alongside a preference for clear information, mothers spoke of including more 

hopeful or positive facts associated with CF around the time of diagnosis. In 

emphasising diagnosis as a process, the possibility of pacing or focusing on different 

parts of the prognosis at certain points in time was raised. Many spoke of starting 

with issues that needed to be addressed immediately and delaying others aspects.     

Jane: “… some of the key bits of information that came out of the first diagnosis 

that I don’t necessarily think should … were his life expectancy and the fact that 

he can’t have his own children…” 
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It seemed that mothers were trying to manage the weight of the new information that 

they received during diagnosis and one approach to this was to balance with positive 

or hopeful information. Participants expressed the benefits of sharing knowledge 

about research and developments in the field of CF treatments. This was evident 

when mothers considered future families receiving the diagnosis.    

Natalie: “I would say one thing: it’s actually not that bad. I know you start thinking 

“oh it’s so bad” but actually it isn’t… not to worry so much because there’s so 

much technology out there now…” 

Mothers sought hope for their child and the future, some of which they found in 

acknowledging recent technological developments. It seemed that including 

information about these developments during diagnosis would be beneficial for 

families and may provide some comfort during this challenging time. 

Jane: “And I think there is so much hope around CF treatment at the minute. And I 

get it’s day one… but none of that was kind of really focused on.”  

3.3.4 Professionals’ attunement  

Professionals’ ability to be family-centred and adapt to individuals played a key role 

in mothers’ experiences of receiving the diagnosis. On the whole, mothers reported a 

preference for diagnosis to be delivered by CF professionals, in person (as opposed 

to by telephone), and within home environments. Mothers’ narratives suggest an 

important factor in successful knowledge transmission was professionals’ 

attunement to families and this seemed to increase mothers feeling contained. 

Emily: “So they came to the door and came in.  Sat us down and they were 

amazing.  They were really good like.  And told us all the stuff and kinda explained 

in a small way [laughs] what CF is.” 
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Sharing a physical space perhaps facilitated professionals’ ability to gauge families’ 

needs and make adaptations accordingly. Mothers valued CF team members’ 

interpersonal skills and appreciated their ability to modify their approach to match 

individuals.        

Jane: “So I would say the level of information that they give, like in terms of 

explaining the condition is amazing emm how they adapted to like kind of the 

different levels of knowledge was really good.”   

There was recognition that people may prefer different approaches with the 

acknowledgment that “There’s no perfect way for a diagnosis…” (Emily). Instead, 

what seemed to carry the greatest importance was the need for professionals to pay 

attention to each family and try to meet their needs as individuals to support them 

during diagnosis. 

Grace: “But yeah it is, it is trying to figure out what kind of people they are.  No like 

in a bad way just there are different people”.  

This attunement played a key part of participants’ experiences of receiving the 

newborn diagnosis.  

 

Discussion 

Using an IPA approach, this study explored the subjective experiences of mothers 

receiving a newborn diagnosis of cystic fibrosis in Scotland. It is the interviewer’s 

impression that parents were willing and eager to share their experiences. Three 

superordinate themes emerged from interviews, and all participants who provided 
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feedback (6/7) reported feeling the interpretations presented here were fair 

representations of their interview.   

 

Participants in this study all reported cognitive and emotional experiences when 

sharing their experience of their child receiving a newborn diagnosis of CF. Mothers 

appeared able to recall this time with ease; and specific details, such as dates, times 

and sentences used by professionals, were salient in their descriptions. Such 

recollections may fit with the concept of a particular autobiographical memory known 

as “flashbulb memories”.  These memories are believed to exist for surprising and 

consequential events (Brown & Kulik, 1977) and have been reported to exist for 

parents from the time they were first told about their child’s diagnosis of Down’s 

Syndrome (Ahmed, Ahmed, Jafri, Raashid, & Ahmed, 2015) or of other genetic 

conditions (Forrest, Curnow, Delatycki, Skene, & Aitken, 2008). In a similar vein, it 

has been suggested that even one sentence may influence families’ narrative of 

diagnosis (Tobler, Grant, & Marczinski, 2014). Many parents spoke about the shock 

experienced in receiving the diagnosis and noted it was a point of significant change 

from a period of life beforehand that had otherwise been fairly “normal” or “happy”.  

The importance of this event combined with how unexpected it was could certainly fit 

the criteria proposed in Brown and Kulik’s flashbulb memory theory.        

 

All mothers described heighted emotions around the diagnosis and shared the 

impact this had had on their psychological health. The strength of emotions was 

often visible, with some becoming upset during the interview.  These feelings of 

shock, worry and panic have also been recognised as parental reactions to positive 
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NBS results for congenital hypothyroidism and CF (Salm, Yetter, & Tluczek, 2012). 

Experiences of anxiety and low mood fit with the elevated rates of mental health 

difficulties found in parents of children with CF in general (Besier et al., 2011; 

Quittner et al., 2014), and may have also been exacerbated at this point as a 

diagnosis has been identified as a traumatic event (Forrest et al., 2008).  Prevalence 

of post-traumatic stress disorder (PTSD) and post-traumatic stress symptoms have 

been found to be high in parents of children with CF (Cabizuca et al., 2010). From 

descriptions provided in interviews, it is possible to imagine how symptoms of post-

traumatic stress could exist in this population. 

 

Experiences of connecting with others form a key part of the diagnosis phase for 

participants. Mothers transmitted a strong sense of holding their child in mind across 

several domains during these interviews.  This moved across time: reflecting back to 

their child’s presentation before diagnosis and, with the benefit of hindsight and 

increased knowledge, feeling that certain symptoms could now be explained by CF; 

sharing their child’s current health status and how they have managed up until the 

present day; and thinking ahead to both the nearer future with treatments and 

developments that may impact them, and times beyond that.  It is recognised that 

parents on the whole think ahead for their children, for example, holding aspirations 

regarding their future occupations (Irwin & Elley, 2013). In the present study, it 

seemed that parents’ future-thinking included what their child’s life may now be like 

with CF and what challenges they may face. A shortened life expectancy and issues 

of fertility for those with sons were areas that parents had focused on during 

diagnosis. In an integrative literature review of ‘chronic sorrow’ in parents of children 

with chronic health conditions or disabilities, children’s inability or delay in reaching 
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milestones was found to be associated with parental sorrow (Coughlin & Sethares, 

2017). Whilst parents were not discussing developmental milestones that were 

actively missed in these interviews, it seems that attention was already drawn to 

what may not be possible for their child in the future. Many spoke of the emotional 

impact that thinking about this had on them. What surfaced strongly across 

interviews was parents’ drive to prioritise their child, often putting children’s needs 

ahead of their own. The Parent Development Theory posits that parenting is a social 

and dynamic process, within which parenting is modified over time with the 

developing child (Mowder, 2005). It proposes that the parenting role comprises six 

characteristics including general welfare and protection, and responsivity. It may be 

that for parents in this study, the time of diagnosis led to a modification in their role in 

response to their child’s need for increased care.    

 

The value of empathic connection with others was portrayed through mothers’ 

accounts of receiving support, living shared experiences and building collaborative 

relationships with their CF team. Parents qualified support from family members as 

helpful, commenting that they were unsure how they would have managed without 

this and emphasising the challenges when this support was not available to them. 

This echoes research which identified social support as a positive coping strategy for 

parents of a child with CF and found that greater social support seeking was linked 

to lower emotional impact (Wong & Heriot, 2008). Through describing the reactions 

and responses of close ones during the diagnosis period, most mothers depicted a 

shared experience that brought families together. Sharing an emotional experience 

has been theorised to enhance empathy between the interacting parties, bringing 

them closer together and as being “instrumental in maintaining, refreshing, and 
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strengthening important social bonds” (Rimé, 2007, p. 310). The shared emotional 

experience of diagnosis, often shown by individuals’ reactions to the news, seemed 

to influence how close or not parents felt towards those individuals.  

 

The concept of strengthening bonds was further emphasised in participants’ 

portrayals of developing a close relationship with their CF team. Several likened their 

team to being “your family”; this phenomenon was also described by parents of 

children with CF living in rural Australia (Jessup et al., 2018). All mothers spoke very 

positively of their relationships with the teams. Particular characteristics of team 

members such as being accessible, adaptable, empathic and non-judgemental were 

emphasised. The importance of practitioner traits in influencing parents’ experience 

of receiving NBS results has been recognised (Collins et al., 2013) as has the 

importance of family-centred care (Jessup et al., 2018).  

 

Linked to the idea of parents feeling connected to the teams was professionals’ 

ability to be attuned to families and providing them with containment. The notion of 

“containment” (Bion, 1962) is rooted in psychoanalytic approaches and is often 

described as a process within which one person’s emotional communication can be 

received by another who is able to ‘hold’ this without becoming overwhelmed, and 

communicate back to the original person in a way that enables them to feel 

understood (Douglas, 2007). Much of the way mothers spoke about their interactions 

with the team resonated with this concept, with one participant connecting the team’s 

ability to provide her and her husband with containment to their ability to then contain 
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their own child. Containment has also been recommended as a clinical strategy for 

working with families with a child with chronic illness (Ødegård, 2005).  

 

The large majority of parents in this study (n=6, 86%) reported having no previous 

knowledge of CF and many shared an absence of clarity or recollection of what NBS 

tested for. Lack of knowledge in these areas has been found previously (Chudleigh 

et al., 2016) with one postal survey study finding 76% of parents of children with CF 

had not heard of CF before diagnosis (Jedlicka-Köhler, Götz, & Eichler, 1996). As it 

is acknowledged that NBS takes place during a very busy time for families when they 

may already be undergoing other procedures and receiving substantial information 

(Stewart, Hargreaves, & Oliver, 2004), it is perhaps understandable that some 

information may not be assimilated. The realities of parents grappling with a new 

phase of life was emphasised in interviews. The transition to parenthood and the 

learning curve involved in caring for a newborn was described by first time parents 

as well as those who already had older children. This transition is noted as being an 

important developmental period for families in general (Deave & Johnson, 2008) 

which can bring stresses and challenges (Doss, Rhoades, Stanley, & Markman, 

2009; Redshaw & Martin, 2014). Trying to manage the diagnosis phase was 

depicted in interviews as an additional stressor during an already demanding time. 

 

Parents shared how the diagnosis phase brought a period of significant new 

learning. This learning was more specific to CF than the general newborn learning 

presented above. Mothers focused on the treatment regimens for their children, 

particularly administering medication and providing physiotherapy. Adherence to 
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these is recognised as a complex issue for those with CF and their families (Sawicki, 

Heller, Demars, & Robinson, 2015) and requires a large amount of input from 

parents, especially in childhood. The process of learning, including gaining abilities in 

providing treatments to children, was shared by parents whose child received a 

diagnosis of Type 1 diabetes (Wennick & Hallström, 2006). Themes from parents 

interviewed in this Swedish qualitative study suggest that learning occurs at 

diagnosis and recurs as families face new situations. This is echoed by experiences 

shared by mothers here who identified specific points of learning (e.g. diagnosis, 

introduction of new medications) as well as it being an ongoing process. Alongside 

this new learning was a sentiment of “getting on with it” voiced by many mothers – a 

sense that parents had no choice but to move ahead. This type of attitude was also 

observed in a study of caregivers of children with sickle cell disease who described 

needing to “do what you have to do and move on” despite difficulties (Northington, 

2000, p. 149). The authors suggest that this may be a way of having some control 

whilst having none over the illness itself. It is possible that mothers in the present 

study may also employ this mentality to exert some control over factors they can 

actually influence (e.g. tasks of daily life). 

 

The majority of parents received information of the diagnosis face-to-face with the 

CF team. Those who received it in this manner expressed greater satisfaction with 

this approach compared to those who received it over the telephone. Overall, 

parents reported a preference for a diagnosis at home, delivered by CF team 

members. Parents met with team members, typically a doctor and a nurse, either 

directly at the diagnosis meeting or face-to-face after the diagnosis when it was 

given by telephone. Participants recalled the information shared at this encounter 
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and on the whole reported being pleased with this. Preferences for information to be 

provided in an upfront and clear manner were voiced and the need for information to 

be adapted to meet different levels of understanding was acknowledged. As clarity of 

content message during diagnosis has been linked to parents feeling more positive 

(e.g. reassured, relieved, calm) (Collins et al., 2013), it could be hypothesised that 

the pragmatic information transmission sought by these mothers may lead them to 

feel more reassured as well.   

 

Seeking information from other sources during the diagnosis process seemed to be 

common amongst mothers. A resource referred to in almost every interview was 

Google, with mothers warning against googling based on their experiences of finding 

information that they felt was distressing and sometimes inaccurate or outdated. 

With increases in the amount of health information online (Ayers & Kronenfeld, 2007) 

and people’s general familiarity with using the Internet, it might be expected that 

parents would go online for information. Along with paediatricians and physicians, 

the Internet was found to be one of the most common sources for parents seeking 

information following a CF diagnosis for their child (Dillard, Shen, Robinson, & 

Farrell, 2010). Mothers in the present study and elsewhere seemed to use the 

Internet even when clinicians advised against it (Chudleigh et al., 2016). Possible 

benefits of Internet-use, such as finding out about advancements and connecting 

with other parents or individuals with CF, were discussed alongside using websites 

of charities that had been recommended by CF professionals. The lack of 

information held by professionals outside of the CF team was discussed by mothers 

with mostly challenging accounts shared. For many this seemed to add to distressed 

feelings and a sense of not being supported or contained.      
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Advancements and developments in the field of CF were discussed by participants. 

These appeared to provide hope for parents, and some felt they would be important 

information to share at the time of diagnosis. ‘Vicarious hope’ has been defined as 

“parent expectations that desirable things will occur in their child’s future” (Wong & 

Heriot, 2008, p. 345).  This has been associated with parental adjustment to CF, 

being a predictor of child mental health and emotional impact on parents (Wong & 

Heriot, 2008). This may therefore be an adaptive strategy used by mothers which 

they felt could benefit others in a similar position. The fact that different people will 

have different preferences was acknowledged across many interviews with some 

mothers explicitly stating that there is no perfect way to provide a diagnosis. This 

concept that there is “no one size fits all” for delivering information is also reflected in 

the literature (Jessup et al., 2016, p. 240). 

 

Study Strengths and Limitations 

A strength of this study is its provision of a detailed analysis of the phenomenon of 

newborn diagnosis of CF as experienced by mothers. Results presented from the 

current sample resonate with previous studies.  Findings are strengthened by the 

use of participant feedback which agreed with the themes generated. Whilst IPA 

enables examination of specific accounts, it focuses on the accounts of the current 

participants and other narratives may have been missed. As a result, it cannot be 

assumed that the findings presented here can be generalised to the whole 

population. The researcher’s subjectivity and active role also needs to be 

acknowledged, as another researcher may have approached developing the study 

and conducting interviews differently, leading to different information being gathered. 
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Areas of focus and interpretations may have been influenced by the experience of 

the researcher, for example, due to working in the field of clinical psychology, and it 

is possible that a researcher with a different professional background may have 

yielded different results. 

 

Recruitment may have been biased by the CF teams who identified participants. This 

may have led to parents with good pre-existing relationships with CF teams being 

more likely to be invited to participate.  A self-selection bias may also have 

influenced the findings of this study as specific mothers who wanted or needed to 

share their story or who may have held particular opinions may have been more 

likely to take part. It is possible, for example, that the experiences of parents who did 

not feel able to participate in an interview may have been missed. Knowing that 

feedback would be provided to CF teams may have also influenced what participants 

shared. Though attempts were made to recruit from several geographical areas, 

fewer areas participated in this research than originally anticipated. This means 

accounts are focused on experiences with a small number CF teams and it cannot 

be assumed that all findings are generalisable to the whole population. Future larger 

scale studies, including participants from a greater number of health board areas, 

may help address these issues and increase the generalisability of findings.      

 

Practice Implications and Research Recommendations  

Narratives shared in this study present the psychological and emotional impact of 

diagnosis on the mothers interviewed. Awareness and acknowledgement of this 

impact may help professionals better support families and monitor families for 



92 
 

potential distress or mental health difficulties. The value and need for connection 

with others were apparent in interviews and should continue to be offered, nurtured, 

and actively monitored for in families. Ensuring families feel adequately connected to 

networks in their personal lives as well as through healthcare teams may contribute 

to families feeling contained and better able to cope. Accounts shared in this study 

suggest a preference for newborn CF diagnosis to be delivered at home, by CF 

specialists. In line with recognising the great amount of knowledge sharing and 

acquisition during diagnosis, the value of good communication and interpersonal 

skills was evident across all accounts. Recognising that no “one size fits all”, the 

need for professionals to be family-centred and attuned to individuals was 

highlighted. This requires gauging family contexts and abilities in a short amount of 

time to then be able to respond appropriately, adapting information and pacing 

delivery. Skills promoting containment, such as empathy and active listening, will 

need to be employed to help families feel supported during diagnosis.   

 

The role of online information, and ways to buffer distressing or inaccurate 

information, will need to be considered by clinicians. Families could be asked 

explicitly about information they have acquired so any misinformation can be 

corrected. Teams could provide information digitally if this is the mode increasingly 

used by families and future research could investigate the effectiveness of different 

information platforms on increasing accurate parental knowledge. Such 

developments could benefit from involving parents. Future research could also 

benefit from looking at fathers’ experiences of diagnosis as this was not captured in 

the present study. Larger quantitative studies may provide insights into the effect of 
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certain methods of newborn CF diagnosis delivery on parental satisfaction and 

wellbeing.  

 

Conclusions  

The newborn diagnosis of CF is a period remembered clearly by mothers and is a 

time accompanied by substantial cognitive and emotional experiences. The value of 

connection, empathy and the need for support was highlighted. Participants shared 

the role of connection through pre-existing and new relationships with others as well 

as through shared experiences at this time. Alongside diagnosis comes substantial 

new learning and adjustment. Knowledge development forms a key part of this 

period and information delivery and content needs to be carefully considered by 

clinicians. Communication and interpersonal skills, such as attunement, play an 

important role in providing containment to families and impacted the experience of 

diagnosis as described by the mothers in this study.    
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papers for unoriginal material. By submitting your paper to Journal of Communication 
in Healthcare you are agreeing to originality checks during the peer-review and 
production processes. 

On acceptance, we recommend that you keep a copy of your Accepted Manuscript. 
Find out more about sharing your work. 

Data Sharing Policy 

This journal applies the Taylor & Francis Basic Data Sharing Policy. Authors are 
encouraged to share or make open the data supporting the results or analyses 
presented in their paper where this does not violate the protection of human subjects 
or other valid privacy or security concerns. 

Authors are encouraged to deposit the dataset(s) in a recognized data repository 
that can mint a persistent digital identifier, preferably a digital object identifier (DOI) 
and recognizes a long-term preservation plan. If you are uncertain about where to 
deposit your data, please see this information regarding repositories. 

Authors are further encouraged to cite any data sets referenced in the article and 
provide a Data Availability Statement. 
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At the point of submission, you will be asked if there is a data set associated with the 
paper. If you reply yes, you will be asked to provide the DOI, pre-registered DOI, 
hyperlink, or other persistent identifier associated with the data set(s). If you have 
selected to provide a pre-registered DOI, please be prepared to share the reviewer 
URL associated with your data deposit, upon request by reviewers. 

Where one or multiple data sets are associated with a manuscript, these are not 
formally peer reviewed as a part of the journal submission process. It is the author’s 
responsibility to ensure the soundness of data. Any errors in the data rest solely with 
the producers of the data set(s). 

Publication Charges 

There are no submission fees, publication fees or page charges for this journal. 

Colour figures will be reproduced in colour in your online article free of charge. If it is 
necessary for the figures to be reproduced in colour in the print version, a charge will 
apply. 

Charges for colour figures in print are £300 per figure ($400 US Dollars; $500 
Australian Dollars; €350). For more than 4 colour figures, figures 5 and above will be 
charged at £50 per figure ($75 US Dollars; $100 Australian Dollars; €65). Depending 
on your location, these charges may be subject to local taxes. 

Copyright Options 

Copyright allows you to protect your original material, and stop others from using 
your work without your permission. Taylor & Francis offers a number of different 
license and reuse options, including Creative Commons licenses when publishing 
open access. Read more on publishing agreements. 

Complying with Funding Agencies 

We will deposit all National Institutes of Health or Wellcome Trust-funded papers into 
PubMedCentral on behalf of authors, meeting the requirements of their respective 
open access policies. If this applies to you, please tell our production team when you 
receive your article proofs, so we can do this for you. Check funders’ open access 
policy mandates here. Find out more about sharing your work. 

Open Access 

This journal gives authors the option to publish open access via our Open Select 
publishing program, making it free to access online immediately on publication. Many 
funders mandate publishing your research open access; you can check open access 
funder policies and mandates here. 

Taylor & Francis Open Select gives you, your institution or funder the option of 
paying an article publishing charge (APC) to make an article open access. Please 
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contact openaccess@tandf.co.uk if you would like to find out more, or go to 
our Author Services website. 

For more information on license options, embargo periods and APCs for this journal 
please go here. 

My Authored Works 

On publication, you will be able to view, download and check your article’s metrics 
(downloads, citations and Altmetric data) via My Authored Works on Taylor & Francis 
Online. This is where you can access every article you have published with us, as 
well as your free eprints link, so you can quickly and easily share your work with 
friends and colleagues. 

We are committed to promoting and increasing the visibility of your article. Here are 
some tips and ideas on how you can work with us to promote your research. 

Article Reprints 

You will be sent a link to order article reprints via your account in our production 
system. For enquiries about reprints, please contact the Taylor & Francis Author 
Services team at reprints@tandf.co.uk. You can also order print copies of the journal 
issue in which your article appears. 
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Should you have any queries, please visit our Author Services website or contact 
us here. 

Updated 5-02-2019 

 

  



109 
 

Appendix B – Systematic Review Protocol  
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Appendix C – Final Consensus Quality Assessment Ratings for each criterion for each study     

  

Yes (= 1) No (= 0) Yes (= 1) No (= 0) Yes (= 1) No (= 0) Yes (= 1) No (= 0) Yes (= 1) No (= 0) Yes (= 1) No (= 0) Yes (= 1) No (= 0) Yes (= 1) No (= 0) Yes (= 1) No (= 0) Yes (= 1) No (= 0)

1 Attar 2010 1 1 0 1 0 1 1 0 1 1

2 Calhoun 2017 1 1 1 1 1 1 1 1 1 1

3 Cannone 2019 0 1 0 1 0 1 1 0 1 1

4 Greenberg 1999 1 1 1 1 1 1 1 0 1 1

5 Nellis 2014 1 1 0 1 0 1 0 0 1 1

6 Reed 2015 1 1 0 1 0 1 1 0 1 1

7 Silva 2018 0 1 0 1 0 0 0 0 1 1

8 Tobler 2014 1 1 0 1 0 1 1 1 0 1

9 Vaidya 1999 1 1 1 1 1 1 0 0 1 1

10 Yuan 2019 1 1 1 1 1 1 1 0 1 1
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hypothesis/aim/ 

objective of the study 

clearly described?

2. Are the main 

outcomes to be 

measured clearly 

described in the 

Introduction or 

Methods section?

3. Are the 

characteristics of the 

patients included in 

the study clearly 

described ?

4. Are the 

interventions of 

interest clearly 

described?

5. Are the 

distributions of 

principal confounders 

in each group of 

subjects to be 

compared clearly 

described?

6. Are the main 

findings of the study 

clearly described?

7. Does the study 

provide estimates of 

the random 

variability in the data 

for the main 

outcomes?

8. Have all important 

adverse events that 

may be a 

consequence of the 

intervention been 

reported?

No.

First author and 

year

REPORTING

9. Have the 

characteristics of 

patients lost to follow-

up been described?

10. Have actual 

probability values 

been reported(e.g. 

0.035 rather than 

<0.05) for the main

outcomes except 

where the probability 

value is

less than 0.001?

Yes (  1) No (  0)
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determine Yes (  1) No (  0)

Unable to 
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Unable to 

determine Yes (  1) No (  0)
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determine Yes (  1) No (  0)

Unable to 

determine Yes (  1) No (  0)

Unable to 

determine Yes (  1) No (  0)

Unable to 

determine 

1 Attar 2010 1 0 1 0 0 1 1 1

2 Calhoun 2017 1 0 1 0 0 1 1 1

3 Cannone 2019 0 0 1 0 1 1 1 1

4 Greenberg 1999 0 0 1 0 1 1 0 1

5 Nellis 2014 0 0 1 0 1 1 1 1

6 Reed 2015 0 1 1 0 0 1 1 1

7 Silva 2018 0 0 1 0 0 0 1 1

8 Tobler 2014 0 0 1 0 1 1 1 1

9 Vaidya 1999 1 1 1 0 1 1 1 1

10 Yuan 2019 0 0 1 0 1 1 0 1

INTERNAL VALIDITY - BIAS

No.

First author and 

year

17. In trials and cohort studies, 

do the analyses adjust for 

different lengths of follow-up of 

patients, or in case-control 

studies, is the time period 

between the intervention and 

outcome the same for cases and 

controls ?

18. Were the statistical tests used 

to assess the main outcomes 

appropriate?

11. Were the subjects asked to 

participate in the study 

representative of the entire 

population from which they were 

recruited?

12. Were those subjects who 

were prepared to participate 

representative of the entire 

population from which they were 

recruited?

13. Were the staff, places, and 

facilities where the patients were 

treated, representative of the 

treatment the majority of 

patients receive?

14. Was an attempt made to 

blind study subjects to the 

intervention they have received ?

15. Was an attempt made to 

blind those measuring the main 

outcomes of the intervention?

16. If any of the results of the 

study were based on “data 

dredging”, was this made clear?

EXTERNAL VALIDITY
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Yes (= 1) No (= 0)

Unable to 

determine Yes (= 1) No (= 0)

Unable to 

determine Yes (= 1) No (= 0)

Unable to 

determine Yes (= 1) No (= 0)

Unable to 

determine Yes (= 1) No (= 0)

Unable to 

determine 

1 Attar 2010 1 1 0 1 0

2 Calhoun 2017 1 1 1 1 1

3 Cannone 2019 0 1 0 0 0

4 Greenberg 1999 1 1 1 1 0

5 Nellis 2014 1 1 1 1 0

6 Reed 2015 1 1 1 1 0

7 Silva 2018 1 1 1 1 0

8 Tobler 2014 1 0 1 0 0

9 Vaidya 1999 1 1 1 1 1

10 Yuan 2019 1 1 1 1 1

INTERNAL VALIDITY - BIAS

No.

First author and 

year

INTERNAL VALIDITY - CONFOUNDING (SELECTION BIAS)

23. Were study subjects 

randomised to intervention 

groups?

19. Was compliance with the 

intervention/s reliable?

20. Were the main outcome 

measures used accurate (valid 

and reliable)?

21. Were the patients in different 

intervention groups (trials and 

cohort studies) or were the cases 

and controls (case-control 

studies) recruited from the same 

population?

22. Were study subjects in 

different intervention groups 

(trials and cohort studies) or 

were the cases and controls 

(case-control studies) recruited 

over the same period of time?

Yes (= 1) No (= 0)

Unable to 

determine 

(=0) Yes (= 1) No (= 0)

Unable to 

determine 

(=0) Yes (= 1) No (= 0)

Unable to 

determine 

(=0) Size of smallest intervention group

<n1  (=0) n1–n2 (=1) n3–n4 (=2) n5–n6 (=3) n7–n8 (=4) n8+ (=5)

1 Attar 2010 0 0 1 5

2 Calhoun 2017 0 1 1 5

3 Cannone 2019 0 0 1 5

4 Greenberg 1999 0 1 1 5

5 Nellis 2014 0 0 1 5

6 Reed 2015 0 0 1 5

7 Silva 2018 0 0 1 3

8 Tobler 2014 0 0 0 5

9 Vaidya 1999 0 0 1 4

10 Yuan 2019 0 1 1 5

27. Did the study have sufficient power to detect a clinically 

important effect where the probability value for a difference being 

due to chance is less than 5%?

No.

First author and 

year

INTERNAL VALIDITY - CONFOUNDING (SELECTION BIAS) POWER

24. Was the randomised 

intervention assignment 

concealed from both patients 

and health care staff until 

recruitment was complete and 

irrevocable?

25. Was there adequate 

adjustment for confounding in 

the analyses from which the 

main findings were drawn?

26. Were losses of patients to 

follow-up taken into account?
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Appendix D: Author Guidelines for Journal of Genetic Counselling 

1. AIMS AND SCOPE 

The Journal of Genetic Counseling (JOGC), published for the National Society of Genetic 
Counselors, is a timely, international forum addressing all aspects of the discipline and practice 
of genetic counseling. The journal focuses on the critical questions and problems that arise at the 
interface between rapidly advancing technological developments and the concerns of individuals 
and communities at genetic risk. The publication provides genetic counselors, other clinicians 
and health educators, laboratory geneticists, bioethicists, legal scholars, social scientists, and 
other researchers with a premier resource on genetic counseling topics in national, international, 
and cross-national contexts. 

As a crucial resource for genetic counselors and associated professionals, the Journal's primary 
purpose is to report original research in the following areas: 

• Genetic Counseling Theory, Methods, and Practice: addresses genetic counseling in 
clinical or non-clinical settings; 

• Public Health, Public Policy, and Access and Genetics Service Delivery: addresses 
public health genomics, health behaviors, legal or policy aspects related to genetic 
counseling and genetic testing, precision medicine, health disparities, models of genetics 
services delivery; 

• Education and Genetics Professional Workforce Issues: addresses educational 
training, professional development, and workforce topics related to genetic counseling; 

• Ethical, Legal, Psychological, and Social Issues: addresses ethical, legal, 
psychological, and/or social issues related to genetic counseling, genetic services, and/or 
genetic information regarding individuals, communities, and the public 

• Risk Assessment: addresses algorithms, theoretical models, or empirical data for use in 
genetic counseling risk assessment. 

In addition to research articles, regular features of the Journal of Genetic Counseling include 
case presentations, editorials, rapid publications, and letters to the editor. Note: The Journal 
does not publish non-human animal studies. 

  

2. SUBMISSION 

Once the submission materials have been prepared in accordance with the Author 
Guidelines, manuscripts should be submitted via the journal’s Editorial Manager 
site: https://www.editorialmanager.com/jogc/default.aspx. More details on how to use 
Editorial Manager are also available at https://www.editorialmanager.com/jogc/default.aspx. 

A manuscript is considered for review and possible publication on the condition that it is 
submitted solely to the journal, and that the manuscript or a substantial portion of it is not under 
consideration elsewhere.  Presentation of the content at meetings prior to submission is 
acceptable.  However, authors should kindly note that submission implies that the content has 
not been published or submitted for publication elsewhere except as a brief abstract in the 
proceedings of a scientific meeting or symposium. Note, this journal uses iThenticate’s 
CrossCheck software to detect instances of overlapping and similar text in submitted 
manuscripts.  

The submission system will prompt the author to use an ORCiD ID (a unique author identifier) to 
help distinguish their work from that of other researchers. Click here to find out more. 

For help with submissions, please contact the Editorial Office at JOGC@Wiley.com. When 
necessary, the Editorial Office staff may refer questions to the Editor-in-Chief. 
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3. MANUSCRIPT CATEGORIES AND GENERAL REQUIREMENTS 

MANUSCRIPT CATEGORIES 

Original Articles. The Journal of Genetic Counseling seeks papers reporting exciting, timely, 
original research in the discipline and practice of genetic counseling. The Journal considers 
papers using a form of systematic study or inquiry to address a question to be original research. 
Systematic study can be approached using a variety of methods, such as empirical methods, 
systematic literature review methods, normative or conceptual research methods. Original 
articles: 

• include an abstract and key words; 
• are no more than 25 double-spaced pages in length for quantitative studies and no more 

than 35 double-spaced pages in length for qualitative or non-empirical studies (excluding 
Supplemental Information); 

• have no more than 5 display items (tables + figures), and any additional display items will 
need to be submitted as Supplemental Information. Large tables should always be 
published as online only material; 

• report relevant information per appropriate methodologic guideline (see Research 
Reporting Guidelines below). 

Case Studies.  Case studies are a valuable tool in the presentation of genetic counseling 
practice.  They can serve to demonstrate a counseling model or to stimulate thought about a 
difficult ethical or counseling situation the author has encountered.  In a case study, the paper is 
focused on the case(s) presented with the intention of alerting the reader to broader issues 
relevant to practice for the readers’ consideration. Note: the Journal of Genetic Counseling does 
not publish case studies whose sole purpose is to report clinical and molecular 
information.  Case Studies should be concise and focused. They should address observations of 
patient encounters (usually 1-3) or a single small family that add substantially to the practice and 
discipline of genetic counseling. Case Studies: 

• include an abstract and key words; 
• are no more than 15 double spaced pages in length (excluding Supplemental 

Information); 
• have no more than 2 display items (tables + figures), and any additional display items will 

need to be submitted as Supplemental Information. Large tables should always be 
published as online only material. 

Professional Issues. These article types feature pieces that communicate reflections by the 
author on the discipline and practice of genetic counseling. Professional Issues: 

• include an abstract and key words; 
• are no more than 25 double-spaced pages in length (excluding Supplemental 

Information); 
• have no more than 2 display items (tables + figures). and any additional display items will 

need to be submitted as Supplemental Information. Large tables should always be 
published as online only material. 

Invited Commentary. This type of paper is generally solicited from the Editor but is a 
submission welcomed from all contributors. It should have a title page and be accompanied by a 
list of key words for indexing purposes. Commentaries/Editorials often address matters of 
interest or controversy to the readership. 

Brief Reports. These are very brief reports offered in a letter format reporting an observation 
that adds to the knowledge of the discipline and practice of genetic counseling. They are no more 
than 9 double spaced manuscript pages in length (excluding Supplemental Information). The 
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manuscripts are not subdivided into sections nor do they include an abstract. Key words are 
required for indexing purposes. 

Correspondence. These are letters to the editor and generally comment on previously published 
work in the Journal of Genetic Counseling. These are kept brief and to the point; they do not 
include an abstract, key words, tables, or figures. Like all other material published in the Journal 
of Genetic Counseling, correspondence is subject to editorial or peer review. The corresponding 
author of the original manuscript which is the subject of the submitted letter will be offered the 
opportunity to respond. If a response is provided, every effort will be made to publish these 
letters together. Only one round of comment is allowed. 

Rapid Communications. The Journal of Genetic Counseling features a new section devoted to 
the rapid communication of full-length, critically reviewed papers reporting new and important 
advances that are highly likely to have an immediate and critical impact on the discipline and 
practice of genetic counseling. Our goal is that these manuscripts will be published online 
approx. 4 weeks after acceptance. In order to have a manuscript considered for Rapid 
Communication, authors must send a letter of intent along with an abstract to the Editor for 
consideration prior to submission. The letter of intent should outline the author’s rationale for 
publishing the article as a rapid publication. The Editor or Deputy Editor will respond to the author 
with a decision. Manuscripts accepted for Rapid publication must adhere to the format of an 
original research article in the Journal of Genetic Counseling. 

Practice Guidelines. These article types address specific areas of genetic counseling and are 
submitted by the National Society of Genetic Counselors’ Practice Guidelines Committee. 

Review Articles. The Journal of Genetic Counseling publishes occasional topical reviews. 
Authors should contact the Editor-in-Chief prior to submission. Note: submissions that describe a 
systematic process for reviewing the literature to address a research question (e.g., systematic 
reviews, scoping reviews) are considered original research and are included in the Original 
Article category. 

Book Reviews. Authors may contact the Editor-in-Chief with a proposal to submit a book review. 
The topic of the reviewed book should be closely aligned with the mission of the Journal. If the 
proposal is approved for the submission, instruction will be provided by the editor. 

Conference Reports. The Journal of Genetic Counseling occasionally publishes an executive 
summary of an important conference or scientific meeting that involves topics related to the 
scope of the Journal. The Journal also on occasion publishes the abstracts of an important 
meeting on a selected basis. Authors should contact the Editor-in-Chief prior to submission. 

Corrigenda and Errata. These manuscripts are brief communications to correct errors in 
previously published work in the Journal of Genetic Counseling. The former is for errors that 
were responsibility of the author(s), and the latter are for errors that are responsibility of the 
Journal, including editorial staff and production. These may be written by the corresponding 
author of the relevant manuscript or they may be composed by an editor. 

GENERAL REQUIREMENTS 

Format 

Manuscripts should be double-spaced with 1 inch margins and 12 point font. 

English Language 

Manuscripts must be submitted in grammatically correct American English. Manuscripts that do 
not meet this standard cannot be reviewed. Authors for whom English is a second language may 
wish to consult an English-speaking colleague or consider having their manuscript professionally 
edited before submission to improve the English. A list of independent suppliers of editing 
services can be found at https://wileyeditingservices.com/en/. All services are paid for and 
arranged by the author, and use of one of these services does not guarantee acceptance or 
preference for publication. 

Revisions 

Please submit a marked version (tracked, highlighted, etc) and unmarked version of revised 
manuscripts. 

Ethical Compliance 
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For all research involving human participants, please include a statement in the Methods section 
confirming that your study was reviewed by an institutional review board/human investigations 
committee/ethics committee (include name of committee) and approved or waived as human 
subjects research. 

The Journal of Genetic Counseling does not publish research involving non-human animals. 

Informed Consent 

The Journal requires that all appropriate steps be taken in obtaining informed consent of all 
human subjects participating in the research comprising the manuscript submitted for review and 
possible publication, and statements to this effect must be included under the subheadings, 
“Human Studies and Informed Consent”. For all manuscript categories, identifying information 
should not be included in the manuscript unless the information is essential for scientific 
purposes and the study participants or patients (or parents or guardians) give written informed 
consent for publication.  The editors reserve the right to reject manuscripts that do not comply 
with these requirements. The author will be held responsible for false statements or failure to 
fulfill these requirements.  

Conflict of Interest Statement 

The Journal requires that all authors disclose any potential sources of conflict of interest. Any 
interest or relationship, financial or otherwise, that might be perceived as influencing an author's 
objectivity is considered a potential source of conflict of interest. These must be disclosed when 
directly relevant or directly related to the work that the authors describe in their manuscript. 
Potential sources of conflict of interest include, but are not limited to, patent or stock ownership, 
membership of a company board of directors, membership of an advisory board or committee for 
a company, and consultancy for or receipt of speaker's fees from a company. The existence of a 
conflict of interest does not preclude publication in this journal. 

If the authors have no conflict of interest to declare, they must also state this in the manuscript. It 
is the responsibility of the corresponding author to review this policy with all authors and 
collectively to list in the manuscript under the subheading “Conflict of Interest” ALL pertinent 
commercial and other relationships. 

The above policies are in accordance with the Uniform Requirements for Manuscripts Submitted 
to Biomedical Journals produced by the International Committee of Medical Journal Editors 
(http://www.icmje.org/). 

  

4. PREPARING THE SUBMISSION 

Parts of the Manuscript 

The manuscript should be submitted in separate files: cover letter; main text file; tables; figures; 
supplementary information files. 

Cover Letter 

The cover letter should include a statement that the work presented in the manuscript has not 
been published elsewhere and is not currently under review elsewhere.   

  

If the study includes original data, at least one author must confirm in the cover letter that he or 
she had full access to all the data in the study and takes responsibility for the integrity of the data 
and the accuracy of the data analysis. 

  

Main Text File 

The main text file should be presented in the following order (as appropriate for article type): 

1. Title Page 
2. Abstract and keywords 
3. Main text 
4. Author Contributions 
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5. Acknowledgements 
6. Conflict of Interest 
7. Human Studies and Informed Consent 
8. Animal Studies 
9. References 
10. Figure legends 

Tables, figures and supplementary information files should be supplied as separate files. Figures 
must be clearly labeled. 

  

Title Page 

The title page should include (in this order) the title of the article, authors’ names (no degrees), 
authors’ institutional affiliations where the work was conducted, with a footnote for the author’s 
present address if different from where the work was conducted, and suggested running head. 
The affiliation should comprise the department, institution (usually university or company), city, 
and state (or nation) and should be typed as a numbered footnote to the author’s name. The 
suggested running head should be less than 80 characters (including spaces) and should 
comprise the article title or an abbreviated version thereof. The title page should also include the 
telephone number and e-mail address of the one author designated to review proofs. 

Please denote cases of equal authorship with a footnote: In the case of joint first authorship, a 
footnote should be added to the author listing, e.g. ‘X and Y should be considered joint first 
author’ or ‘X and Y should be considered joint senior author. 

Authors may benefit from referring to Wiley’s best practice tips on Writing for Search Engine 
Optimization. 

Abstract 

Please provide an unstructured abstract of no more than 300 words containing the major 
keywords summarizing the article. The abstract should include a description of the study’s 
objective, methods or methodological approach, sample, measures or main outcome variables, 
main results, and conclusion. 

Keywords 

Please provide three to six keywords to be used for indexing the article. Please refer to this list. 

Main Body 

For Original Research articles, all major sections should carry section headings (such as 
Introduction, Methods, Results, Discussion, Conclusions, etc.) type centered. Side headings in 
Methods section should include, as appropriate: Participants, Instrumentation, Procedures, and 
Data Analysis. The Discussion should begin with a very succinct summary of the major 
conclusions of the paper and then go on to focus on the interpretation and significance of the 
findings with concise objective comments that describe their relation to other work in the area. It 
should not repeat information in the results. Side headings in Discussion should include: Study 
Limitations, Practice Implications, and Research Recommendations. The journal uses US 
spelling. 

Footnotes should be avoided in the main text. When their use is absolutely necessary, footnotes 
should be numbered consecutively using Arabic numerals and should be typed at the bottom of 
the page to which they refer. Place a line above the footnote, so it is set off from the text. Use the 
appropriate superscript numeral for citation in the text. 

Author Contributions 

Please include a statement delineating the contributions of each author using the criteria 
recommended by the International Committee of Medical Journal Editors (ICMJE). The statement 
should mention each author separately by name. ICMJE criteria are: 

• Substantial contributions to the conception or design of the work; or the acquisition, 
analysis, or interpretation of data for the work; AND 

• Drafting the work or revising it critically for important intellectual content; AND 
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• Final approval of the version to be published; AND 
• Agreement to be accountable for all aspects of the work in ensuring that questions 

related to the accuracy or integrity of any part of the work are appropriately investigated 
and resolved. 

If the study includes original data, at least one author must confirm that he or she had full access 
to all the data in the study and takes responsibility for the integrity of the data and the accuracy of 
the data analysis. Please include this statement in the cover letter. 

Acknowledgements 

Contributions from anyone who does not meet the criteria for authorship should be listed, with 
permission from the contributor, in an Acknowledgments section. Financial and material support 
should also be mentioned. Authors should list all funding sources and are responsible for the 
accuracy of their funder designation. If in doubt, please check the Open Funder Registry for the 
correct nomenclature: www.crossref.org/services/funder-registry. 

If this paper is to be considered for the Journal of Genetic Counseling Best Trainee Paper award, 
please include a statement indicating that the research presented in the paper was conducted 
while the first author was in training or to fulfill a degree requirement of the first author. See 
the Best Trainee Paper Award tab on the journal website for more information about this award. 
Thanks to anonymous reviewers is not considered appropriate to include in Acknowledgements. 

Conflict of Interest Statement 

The Conflict of Interest Statement should mention each author separately by name. 
Recommended wording is as follows: 

Author X declares that she has no conflict of interest. 

Author Y has received research grants from Drug Company A. 

Author Z has received a speaker honorarium from Drug Company B and owns stock in Drug 
Company C. 

If multiple authors declare no conflict, this can be done in one sentence: 

Author X, Author Y and Author Z declare that they have no conflict of interest. 

Submitting authors should ensure they liaise with all co-authors to confirm agreement with the 
final statement. 

Human Studies and Informed Consent 

For manuscripts reporting studies that involve human participants, a statement identifying the 
ethics committee that approved the study and confirmation that the study conforms to recognized 
standards is required, for example: Declaration of Helsinki; US Federal Policy for the 
Protection of Human Subjects; or European Medicines Agency Guidelines for Good 
Clinical Practice. It should also state clearly in the text that all persons gave their informed 
consent prior to their inclusion in the study. 

The Journal requires that all appropriate steps be taken in obtaining informed consent of any and 
all human subjects participating in the research comprising the manuscript submitted for review 
and possible publication, and a statement to this effect must be included in the Human Studies 
and Informed Consent section of the manuscript. Participant anonymity should be preserved and 
all identifying information should be excluded in the manuscript. 

Photographs need to be cropped sufficiently to prevent human subjects being recognized (an 
eye bar must not be used because of insufficient de-identification). Images and information from 
individual participants will only be published where the authors have obtained the individual's free 
prior informed consent. If any identifying information about participants is included in the article, 
the following sentence should also be included: 

'Additional informed consent was obtained from all participants for which identifying information is 
included in this article.' 

Authors do not need to provide a copy of the consent form to the publisher; however, in signing 
the author license to publish, authors are required to confirm that consent has been obtained. 
Wiley has a standard patient consent form available for use. 
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Animal Studies 

The Journal of Genetic Counseling does not publish non-human animal studies. To affirm that 
this is the case for your submission, please include the following sentence under this subheading 
in the manuscript: 

'No non-human animal studies were carried out by the authors for this article' 
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However, if done, unpublished data and submitted manuscripts must be cited parenthetically 
within the text. Personal communications should also be cited within the text; permission in 
writing from the communicator is required. 

References should be prepared according to the Publication Manual of the American 
Psychological Association (6th edition). The APA website includes a range of resources for 
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Research Reporting Guidelines 
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Appendix H: Participant Information Sheet (logos adapted to health board) 
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Appendix I: Cystic Fibrosis Nurse Specialist Information Sheet (logos adapted 

to health board) 
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Appendix J: Participant Consent Form (logos adapted to health board) 
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Appendix K: Participant Debriefing Form (logos adapted to health board) 
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Appendix L: Semi-Structured Interview Schedule 
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Appendix M: Study Protocol  
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“Like after I got over than initial shock and after I’d had the cry we got moved to the 
other room to get the sweat test and it maybe came more to life again.” 

Shock and crying 9 

“It was tough.  It was really tough when you get home because you’re trying to take it 
all in.” 

Tough situation, trying to 
take in info 

9 

“I never knew what CF was so when I was told I was obviously shocked and googling it 
and what not.” 

Shock, unaware of CF 11 

“my mind was going a hundred miles an hour” Mind racing 3 

“I was quite scared at what was to come.” Anxiety/scared 5 

“I only really noticed that when I had [other child], I was a lot more sort of laid back 
and less worried about things… I was just sort of more scared with [child]” 

Worries highlighted with 
hindsight 

5 

“I was quite scared at what was to come.” Anxiety/scared 5 

“It was tough.  I thought I could do it all myself but it gets on top of you.  I kind of 
stopped going out for a while.  I mean just even for walks and things.  I’d say I 
probably had a wee bit depression but I never went and tried to get anything for it or 
what not.   I’ve just always kind of thought I’ll get on with it and get through it.  It was 
really hard, definitely.” 

?Isolation, low mood, 
depression 

6 

“And you’re just kind of sitting in a daze.” In a daze 9 

“Sometimes you just over think it and it kind of beats you.” Overthinking/anxiety  8 

Trying to manage 
uncertainty 

“because every CF kid/patient is different in how they keep, how things are going to 
be.  It’s hard to say. Like from one to the other who will keep better and who will nae.  
It’s just what your body is like and stuff.” 

Variability between CF 
patients, can’t predict 

3 

“I knew nothing about genetics and I thought that maybe because of the birth he’d 
had maybe it detected something with the mucous and maybe that’s just what’s 
happened and it would be a misunderstanding.” 

Trying to figure out what 
it could be, looking for 
other explanations  

3 

“But I think still at the back of mind I was nae convinced at the time” Not convinced 3 

“I guess you just take things for granted and don’t think it’s going to happen to you.” Don’t think it will happen 
to you, ?disbelief 

7 

“I remember looking at him and thinking this is nae real, I’m gonna wake up and this 
has got to be a dream or something.” 

Disbelief/denial 9 

“Mmmm.  I guess just wishing that it was nae real but unfortunately it was.” Wishing it was not real 9 
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Sense-making with 
hindsight 

“Like when he was feeding bringing the milk back up and kind of shocking the mucous 
and fluids and stuff.  We had to put him upside down and it was quite a worry because 
I kept thinking he was going to choke.” 

Mucous, being unwell 1 

“Obviously there stuff about lungs and stuff but that was the bit that stuck in my 

head.  And when I saw it said it was mucous in the lungs.  I knew nothing about 

genetics and I thought that maybe because of the birth he’d had maybe it detected 

something with the mucous and maybe that’s just what’s happened and it would be a 

misunderstanding.” 

Making link with 
symptoms and diagnosis 

3 

“So I think he was six weeks old.  He had nae in that time like before the diagnosis 
recognised anything bar the trauma from when he was born and all the stuff he had 
swallowed.  His poo and stuff was more explosive but I just put that down to him 
being a new born baby and maybe the milk not being quite right.  .” 

Toileting issues 2 
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Appendix O: Excerpts from Reflective Journal  

 

A reflective journal was kept during the data collection and analysis parts of this 

study. Excerpts from different phases are provided as examples here.   

Excerpt 1. From interview phase, apprehension with beginning interviews and trying 

to find new role as researcher instead of clinician. Quite fixed on asking “right” 

questions at this point: 

Completed first interview today and was feeling quite nervous. Had been checking 

over the interview questions before hand to try and be able to ask these questions 

without looking too much at notes. Noticed the pull to ask more “clinical” questions 

and took some conscious effort to step back from clinician role. Struck by how much 

this family is dealing with and how much information this mother was willing to share 

with me. Feels that I have been let into something very private, maybe especially 

because I am in their home? Noticed myself feeling a bit more on edge when the 

topic of conversation steered away from diagnosis but trying to sit with that and listen 

to what is important for mother. Speaking about lots of different times, not just 

diagnosis, I wonder if others will do the same. I hope there’s enough re diagnosis.  

 

Excerpt 2. After transcribing an interview near the middle of the process. Some 

sense of frustration at the time it was taking but perhaps some hope that some 

commonalities were emerging.    

Transcription is harder and taking longer than I anticipated. Finding it quite 

demanding to stay focused. Feel sense of responsibility to get exact wordings across 
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e.g. colloquialisms. Listening back, hearing more than I noticed at the time. Starting 

to feel there may be some overlaps here.   

Excerpt 3:  Supervision, review of emerging themes. Again, as someone new to IPA, 

apprehensive about doing it “correctly”.  

Supervision to discuss emerging themes, was feeling worried as to whether I have 

done it right or not. Discussed this needing to do it “right”, Mark reassuring re 

approach. Reviewed quotes that may fit emerging themes and were in agreement. 

Feels like I can move on with the next step of paper now.  

 

Excerpt 4: Following a feedback phone call with a participant. Content with 

interaction with parent and her feedback. Noticing her comment that it felt 

“therapeutic” to speak about diagnosis.   

Feeling quite positive after speaking to X. She was agreeing as I was speaking and it 

felt like interpretations seemed fair and accurate to her. Very happy about this! Feels 

like an important step and have sense of relief. Nice to touch base again and get 

feedback of how she has been since interview. Said it was “therapeutic” to talk about 

it. Value in telling story in safe space perhaps?    
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