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Abstract

Background: Family communication with regard to inherited genetic conditions is highly
complex. There are communication needs around the illness, its management and
morbidity. But there is also a need for intergenerational communication about inherited
risk and the implications this has for children, and their future health and reproductive
decisions. We aimed to systematically explore and analyse the qualitative and
quantitative research to explore the issues surrounding family communication about
genetic conditions and genetic risks.

Method and Findings: A systematic review of all major heath and medical research
databases was undertaken using current guidelines. In total 9698 abstracts were identified
of which 158 research papers were selected and reviewed as potentially relevant. A final
17 papers were identified which met our predefined inclusion and exclusion criteria. The
findings from these papers were subjected to a meta-synthesis. Using a meta-
ethnographic approach, the studies’ findings were analysed as primary data sources by
three researchers independently identifying the key concepts to emerge. A high level of
congruence emerged between the three researchers and concepts agreed were used to
examine similarities and differences between the papers. The findings were used to
inform a narrative framework exploring the issues surrounding the communication of
genetic risk information between parents and their children. This narrative explored
parents’ explanations of inherited genetic risk to their children, the reasons for sharing
information, children’s understanding of parents’ explanations, the emotions evoked for
all family members, and the support and guidance received from health professionals.
Conclusion: From the narrative we were able to identify key components of successful
communication to support children’s coping with genetic risk information. However
further empirical research is required into developing suitable strategies and materials to
support parents’ and children’s information sharing, through the transitions of
readjustment to the impact of the genetic condition at different stages of maturity and role

change within the family.

Keywords: Family communication, genetics, meta-synthesis, meta-ethnography, coping,

systematic review
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Introduction

Family communication with regard to inherited genetic conditions is a highly complex
process. There are the communication needs around the illness, its management and
morbidity, all of which can be stressful. But there is also a concomitant stressor because
there is a need for intergenerational communication about risks of inherited conditions
and the implications this has for children’, and their future health and reproductive

decisions.

Parents face the dilemma of when, how and what to tell their children about the genetic
condition, its morbidity and associated inherited risks, and its implications for their own
future children; whilst simultaneously trying to foster a robust self concept and self
esteem in their child™ and limit their anxiety. Conversely, if parents choose to protect the
child from the reality of the condition, they have the difficulty of maintaining precarious
secrets that others may unwittingly disclose. Revealing the information to the child later
in adulthood requires them to rethink their self identity, which may affect their life
expectations and aspirations; whereas a younger child has the opportunity to incorporate
the genetic information into their self identity!”. Parents delaying discussion of the
genetic condition and its implications, risk their child’s resentment and anger which can
seriously damage the family’s relationships and consequently undermine its support

structures®*.

In the last 25 years, open communication about family illness has been encouraged by
health professionals, based on assumptions that open communication with children allows
them to express hidden feelings and discuss and correct distorted notions about the illness
in their family™™.. Whilst also expressing parental trust in the child’s ability to cope, and
assists in preparing them realistically for any role changes™. The benefits of open
communication observed in families affected by cancer for example, shows children’s
anxiety levels are lower, all round communication is improved and fewer behavioural

problems are noted, compared with families who choose non-disclosure!®’#4,
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Footnote: *Children refers to children and young people <18years of age. For the purpose
of this review where we refer specifically to young people, these are 13-17 year olds.

The study of family communication about genetic conditions and genetic risk information
in the main focuses on the reasons for and against genetic testing of children whilst
minors. However a more important focus, which to date has received less attention is the
process of parents’ and carers’ communication with children about genetic conditions
affecting their family, and the consequent outcomes for the child in coping and living

with this information.

Children’s experiences of family communication lay the foundation for their
communication skills throughout their lifespan. Successful communication helps families
as individuals and as a collective unit, to be responsive to change and to cope with and
adapt to internal and external pressures™. Experiences of finding out or not knowing
about a genetic condition and understanding the implications for self and other family
members are therefore likely to have profound reverberations for the functioning of the
family unit, and be influential on the individuals’ psychological wellbeing and decision-
making. This is supported by several studies which highlight that individuals’
experiences of finding out about a genetic condition affected their subsequent disclosure
decisions™™!), choices about genetic counselling and testing™2*®! and the cohesiveness and
support of the family unit once faced with dealing with the effects of an inherited
diseasel*,

The aim of this study was to systematically explore and analyse qualitative and
quantitative literature to produce a meta-synthesis in a narrative form exploring the issues
surrounding family communication about genetic conditions and genetic risks between
parents and their children. To achieve this, we had to agree on definitions of ‘family’ and

‘family communication’ before commencing the work.

Family
The term ‘family’ can reflect a different discourse depending on the context in which it

used™ ! In everyday kinship terminology ‘family’ is a psychosocial definition
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describing a group of people who live together caring for children and each other*®. All
of whom are likely to affect and support the management, understanding and coping of
children affected by or at risk from inherited genes causing disease. Therefore our focus
is principally on the psychosocial definition of family (table 1), which is inclusive of
genetically and non-genetically related individuals and partnerships with a responsibility
for raising and supporting children, and communicating information about any genetic

condition that may affect them.

Family communication

Family communication is a frequently used term but difficult to define!*”). There are no
specific theories per sel*®*® but several different models of family interaction have been
applied to try to explain it. These models are not exclusive; they tend to focus on a
particular aspect that is important in sustaining or understanding the communication
process in families. Some models describe regulation of family functioning (family
systems theory), others examine the symbols and language used in interactions between
family members (symbolic interaction theory™ and finally, behavioural theories are used
to investigate the psychological outcomes of family communication for example in

coping, adaptation or cohesiveness (eg. Social Learning Theory!®).

Having defined family and family communication so that we could agree the types of
study that were of relevance, we set out the objective of our meta-synthesis which was to
explore the evidence about children and parents’ (including carers) communication about

genetic conditions to answer the following questions:

How, what and when were genetic conditions and genetic risk information discussed in
the family between parents (carers) and children?

What factors affected family communication? (For example: ethnicity, age, level of
cognitive development, sex and genetic condition)

What effect did sharing this information have on the children and the parents?

What theoretical frameworks were used to explore family communication?
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How did our findings compare with family communication in relation to other childhood

illnesses?

Methods

Conventional systematic review methodology is ill suited to examining a range of diverse
studies!® produced on family communication about genetic risk information between
children and their parents. There is no single accepted method of synthesizing the
evidence from qualitative and mixed methods studies which might also include a
quantitative component®!. However there is a growing move to increase the transparency
with which evidence from qualitative and mixed method studies are used to inform and
develop a trustworthy consensus of the overall findings within a particular field. This
allows research users to use the evidence with a degree of reliability knowing that undue
emphasis has not been placed on one finding above another.

[20,22,23,24]

There are several examples of qualitative meta-synthesis , and we applied a

narrative synthesis approach described by Popay et al.,”! which is based on Noblit and

5] 'Not all of our included studies were

Hare’s guidelines for meta-ethnography
ethnographic, but there is agreement that the same guidelines can be applied for

synthesizing other qualitative and quantitative datal®?%%4,

Search Strategy

Using Centre for Reviews & Dissemination (CRD)?®! guidelines, eligible papers
published between 1980 and 2007 were identified using electronic databases, personal
contacts and hand searches. Papers were included if they were directed at family
communication relating to genetic conditions, chronic illnesses or cancer. Searches were
conducted between May and August 2006 and have been updated by all available alerts
in the intervening interval to May 2007. (Figure 1 for a flow diagram of the study
identification and selection process).

Of the 158 papers identified as potentially relevant, each was examined to ascertain

whether it met the inclusion criteria by two of three researchers (AM, JC or GMP).
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Inclusion and exclusion criteria were agreed by the research team prior to commencement
of the review in order to focus upon the research questions and to allow for comparison
of family communication in other situations ie where a family member is affected by
chronic disease or cancer. A total of 30 papers were identified. These included papers on
family communication and chronic conditions or cancer. Nineteen papers were focusing
on family communication and genetic conditions. These nineteen papers were critically
appraised using Mays and Pope qualitative appraisal guidelines®” by two of the
researchers to assess the quality of the paper. All papers were included except for two
where the results were so ambiguously written, none of the researchers could interpret

them.

From seventeen papers identified on family communication about genetic conditions
(table 2), the three researchers independently took the findings of original studies and
treated these as primary data to identify first level concepts®?!l. Three researchers were
used to carry out the analysis to increase the reliability of judgements about the findings
and reduce personal bias. These first level concepts were analysed to produce a secondary
level of conceptualisation, identified as emergent theme concepts (table 2). By comparing
and analysing these different concepts across the papers, similarities and contradictions
could be observed and explored to produce tertiary level concepts, which informed our
conclusions and guided the theory development of our discussion??!. The concepts and
interpretations of each researcher were aggregated and examined for similarity and
consistency. The consistently derived concepts were synthesized into a narrative to
provide a description of the findings from across the studies, to identify the different
factors involved and to explore the relationship between them!®Y. This narrative was
structured around a framework agreed by the three researchers. To test our concepts and
conclusions further, we compared our findings with other studies on communication in
families affected by cancer or other chronic disease that were uncovered by the literature

search.

Findings
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A large degree of congruence emerged between the three researchers who had
interrogated the data independently. Four over-arching components to the framework
were identified, which allowed the incorporation of the derived concepts into a narrative.
(Table 3 — summary of papers and the components they informed). Predominantly

qualitative studies were identified but several papers also included quantitative results.

Under each component of the framework, a narrative of our triangulated and agreed
secondary and tertiary conceptualisation of the data is provided; occasionally divided into

sub-components using italicised headings, for clarity.

A large number of the studies identified (N=158) focused the communication of genetic
risk information to children by parents, where ‘the children’ are the adult offspring rather
than minors. These studies were not included in the meta-synthesis unless they also

included a specific section on communicating with children less than 18 years old.

Narrative framework

1. Parents’ explanations of genetic conditions and the risks to their children.
Decision to share genetic risk information

Parents often struggled with what and when to tell their children recognising they had
different concerns and questions depending on their ages. An essential aspect of helping
parents cope and overcome feelings of panic, fear and anxiety when a child was affected
by a genetic condition was access to information. However parents often did not
recognise that their affected child and unaffected siblings might have similar feelings and

information might help them too.

Over the 27 year time span of the publications included, parents appear to have become
increasingly open and honest with their children about genetic conditions affecting their
family. In more recent studies up to half of parents reported openly communicating with
their children about all aspects of a genetic condition affecting their family, including

mortality risks where this applied. A further large proportion of parents reported open
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communication but did not discuss mortality where this was an issue. Only a small
minority stated they did not discuss the genetic condition but this was usually when the

children were under 8 years of age.

Strategies used

The process and detail of parents’ discussion and explanations about genetic conditions
with their children have not been extensively explored. Where they have been, most
parents described carefully considering when to share information, what their child
needed to know and how much they felt the child could handle at that time. Explanations
focused on the management of the condition and promoted positive attitudes sometimes
using reframing strategies. For example, making comparisons with other childhood
ilinesses where symptoms or management could be viewed as more problematic than the

condition affecting their own child.

Parents often waited for the child to ask questions before they gave any information or
explanation although some said they started to introduce the idea of inheritance from
preschool. Such young children were told they were born with a condition and parents
elaborated on this by explaining to early school age children that the condition is passed
on from one or both parents. Studies from the 1980’s found that parents gave one — off
explanations and did not check their children’s understanding but later work suggests
parents viewed information sharing as a continuum, a process that evolved through
childhood and adolescence, gradually increasing the child’s knowledge with parents

wanting to be open and honest relevant to the child’s capability of understanding.

Who should share information about genetic conditions with children?

The consensus from several studies and the overall expressed view of parent and child
participants was that parents should primarily be responsible for discussing genetic
conditions and genetic risk information with their children. Parents often wanted to tell
their children about genetic inheritance before others told them or information was
‘leaked’ from other sources such as extended family, teachers or peers. It was believed

that children needed information before specific life events such as developing their first

10
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sexual relationship. There was some indication although not fully explored in the
literature that parents needed time to make sense of the genetic risk information before

they could discuss it with their children.

Mothers were often viewed as the best sources of information and support by children
and young people; and in many studies that described research with ‘parents’, it was
predominantly women who participated. This predominant role of female parents is also
noticeable because when their communication was inhibited by guilt and grief if a child
had a serious maternal X-linked recessive condition, unaffected siblings of the child

reported poor family communication about the illness or its implications.

2. Reasons for discussing and sharing information

Some parents who emphasized open communication felt a strong sense of responsibility
to discuss the information about inherited risks because it prevented a child from
worrying, and promoted trust and open communication. Parents were often motivated to
keep their children informed as a reaction to their own experiences as children when
information had been withheld from them, leaving them growing up feeling puzzled and

confused by what was happening.

Parents reported that they, and their children, found discussion of the condition difficult
and that openness did not lessen the psychological and emotional pain of living with the
condition and knowledge of your own possible risk. Openly discussing the condition and
its effect empowered the family and enabled individuals to discuss matters and concerns
as they arose; and increased their support and care for each other. Outcomes of openly
communicating genetic risk information to children were not largely considered in the
research but where they were, mothers openly discussing hereditary breast and ovarian

cancer found it did not affect their children’s general behaviour or well-being.

By contrast, in families where the communication was more closed, children often felt
upset and frustrated with the family secrecy. Adolescent children maintained the secrecy

even though they were unhappy with it. Even when the illness was finally discussed,

11
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some still felt a prevailing atmosphere of secrecy and were anxious that there may be
other secrets that were not being disclosed. Whilst limited communication protected the
individuals initially, the inability to openly discuss problems and issues as they arose

resulted in tense relationships between family members.

Even where parents managed to successfully hide information about a genetic condition
in the family from their children until they were adults, these adult children were usually
resentful and felt they should have been told. Adult offspring, regardless of whether they
personally did or did not have knowledge as children about a genetic condition affecting
their family, thought retrospectively that to have such knowledge was important. This
would empower the child in making their life and reproductive choices and decisions

with time to adjust to the information and avoid family secrets.

3. Children and Young People’s Understanding

Parents reported trying to give children information appropriate to their stage of
development but there were no comprehensive descriptions of this process provided.
Further, none of the studies explored children’s understanding based upon the parental
reports of the information that had been discussed. However, in the small number of
studies involving children, they were often more cognisant than their parents anticipated.
For example, adolescent girls placed more emphasis than their parents of the potential

psychological risks of carrier testing if undertaken at a young age.

Where more open communication existed, young people as they matured into adulthood
were cautious about their reproductive decisions and understood the possibility of genetic
testing and its consequent affect on their choices and psychological health. Where the
condition affected another family member and may have risks for them in the future,
young people emphasized the value of knowing because they were able to offer support
to the affected individual and each other and would try not to worry too much for
themselves. In contrast, poor communication led to reproductive choices based on
inaccurate information and emotionally driven decision-making, which adult children felt

with hindsight, more information during childhood would have prevented.

12
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Where parents attempted to protect children by not discussing the genetic condition or the
transgenerational risks, children picked up snatches of information but were very often
confused by what was happening. Adult offspring recalling their childhood found out
information about their condition or that of a family member from a variety of sources
including television, other children with the same condition, school and mailings. This
often resulted in misconceptions and misunderstanding. Children were unable to clarify
their thoughts or interpretations due to the secrecy and felt obligated to protect their
parents from having to answer difficult and emotionally taxing questions. Some children
thought health professionals were likely to be a good source of information or support,

particularly unaffected siblings but few had opportunity to access health professionals.

4. Emotions and feelings evoked for parents and children

Many studies explored communication in terms of what information was shared and by
whom. Few however explored the feelings and emotions involved in discussing genetic
risk information, either of the parents, the child living with a genetic condition or their

unaffected siblings, individually or as a family.

Parents’ emotions

Parents’ emotions were not overtly explored but feelings of anxiety, worry and concern
emerge with many using their own experiences of a genetic condition in the family to
inform how they handle information giving to their own children. The majority of parents
in all studies report a complete lack of support or advice from health professionals about
discussing genetic conditions with their children. Where health professionals did broach

the subject, it was usually focused on disease management.

Parents sometimes reported feeling afraid to discuss their child’s emotions of worry,
depression, frustration or embarrassment. Even if they observed deterioration in their
children’s behaviour through expressions of anger and aggression, they were afraid of
making the child feel worse if too much attention was focused on the problem. By

contrast, those parents that discussed feelings said their child could be helped to feel

13
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better because they could provide reassurance that their feelings of anger, upset and
frustration were normal and they could discuss ways of coping with the emotions. Parents
who openly communicated with their children never expressed regret about discussing
the genetic condition with their families. Whereas adult offspring who had the truth
hidden from them by their parents expressed resentment and continued distrust and did

not appreciate the ‘protection’ their parents had tried to provide.

Children affected by or at risk of a genetic condition

Children and young people growing up knowing the possible outcomes including their
own risk found the information difficult to deal with initially but valued the honesty and
openness because it allowed them to discuss, share experiences and learn to cope with the
condition. In families where there was more open communication, children were reported
to be more emotionally and psychologically resilient. They were often pragmatic in

response to genetic risks for themselves.

Siblings

Guilt, fear, resentment and jealousy emerged as key features of studies which included
the retrospective perspectives of now adult siblings. Often these feelings had not been
discussed with parents. Several different types of guilt were expressed based on their
feelings and behaviour toward their sibling at the time of their illness. But also guilt about
feeling relieved firstly that they were not affected, and secondly that they could leave the

family home upon reaching adulthood.

Some siblings reported intense relationships with an affected sibling and others
remoteness. Resentment and jealousy were often described too; the well siblings resented
their affected sibling if the parents were heavily reliant on them for helping with the
family chores or care provision. Some siblings felt their own developmental needs were
often overlooked within the family and some simply felt jealous of the time and attention

their ill sibling received, which led to feelings of isolation.

14
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Siblings of a child affected by a genetic condition often expressed feelings of
embarrassment and discomfort. They tried to choose emotionally adept friends but often
felt their own peers had insufficient knowledge or experiences to have insight into their
feelings and feared being stigmatised if less sensitive individuals found out.

Adult children felt that the lack of communication about a genetic condition which
resulted in the death of a sibling caused difficulties for the families’ mourning and often
protracted it. These experiences sometimes affected the siblings’ future reproductive
choices; girls particularly did not assess their risk objectively of carrying X-linked
conditions but relied on family experiences and gut feelings. Many guessed at whether
they were carriers and reported basing their life transition decisions on these suspicions

rather than requesting genetic counselling.

Discussion

The findings from the narrative suggest that the components of successful communication
between parents and children about genetic condition are; provision of information,
checking understanding and encouraging discussion, and explaining and managing the
emotional feelings that are manifested. These components as the basis of family
communication about a genetic condition provide the foundations to support the family
members’ coping and adaptability and build trust, support and cohesiveness across the

family unit.

Our findings advocate open communication with children about a genetic condition and
associated risk of inherited disease, appropriate to their level of developmental maturity,
which is likely to be more beneficial than trying to protect them by keeping the
information secret. Studies that included children’s views, suggested that they found the
information upsetting and ‘difficult to deal with’ initially but valued being able to talk
openly about the genetic condition in their family, which gave them a strong sense of
mutual support. Open communication prevented unnecessary worry, and promoted trust
and the discussion of children’s feelings. This openness appears to improve children’s

coping and adjustment to risk information through increased understanding about the

15
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illness, which will effect the gradual realisation of implications for self and future

children as proposed by Etchegary!*.

In families where there was less open communication, siblings reported their major
concern about the possibility of having a child affected by a genetic condition was for
their unaffected children’s wellbeing. They were worried that family separation caused
by long periods of hospitalisation would be detrimental to the unaffected siblings’ health
and contentment, perhaps projecting their own feelings in relation to their personal
experience where they often described isolation, loneliness and frustration due to poor

communication.

Despite the limited number of studies available, this meta-synthesis demonstrates the
complexity of family communication with regard to genetic conditions and inherited risk
information. Parents have a doubly difficult task. Firstly they have to understand the
genetic condition and its management, and cope with and manage their own feelings
following their or their child’s genetic diagnosis. But secondly, parents also have to
explain to their children about the genetic condition and its risk implications which many
parents found difficult and struggled to know what and when to tell their children. The
difficulties faced in communication across families suggest there is a significant need for
increased support. Therefore advice and assistance is likely to be very important in
helping parents cope and manage their own feelings and those of their children which can
assist the family’s functioning. However, little support was available for parents from

health professionals about talking to their children.

Parents’ reliance on their own experiences to inform how they handle information giving
to their children probably underlines that many require support in talking to their children
about genetic conditions. Information can be both empowering and threatening depending
on the context in which it is used, how it is relayed and delivered, and the level of support
in promoting understanding but also managing the feelings evoked. Help is needed for
parents and children through the transitions of readjustment to the impact of the genetic

condition or the risk to self and other family members, at different stages of maturity and

16
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role change within the family. It is essential that information is given to children
appropriate to their developmental stage using suitable strategies and materials for
discussing genetic conditions and their implications, which in the longer term will assist
children’s coping and adaptation to the effects of the genetic condition and risk

information.

Young people were concerned about discussing a genetic condition with their peers,
which may have consequences for their maturation into adulthood. As children develop
into young adults they increasingly turn to their friends and peers for support gradually
becoming more independent from their parents. However the development of trustworthy
and supportive peer relationships may be inhibited if children fear stigmatisation. Limited
family discussion about a genetic condition may reinforce fears about stigmatisation,
consequently affecting children’s self esteem and identity, and inhibiting communication
with their own future families. Further work is required but reducing the stigmatisation
the young person fears is most likely overcome by open communication within the
family, who will support the young person and assist them in coping with their friends’

reactions.

In many families, we observed that it was predominantly women (mothers) who took part
in the research studies on family communication. Reflecting previous findingst®®**!
showing the responsibility for communicating genetic risk information is either assumed
or allocated to women in the family. This needs to be carefully considered by health
professionals for families affected by serious or maternal X-linked conditions, where
communication may be more problematic due to the mother’s feelings of grief and

guilt!**** and additional support may be beneficial.

Few empirical studies use any family communication theory to underpin their
investigation. Most have not explored the effect of family communication across all its
members; parents, affected child and siblings. Therefore many of our conclusions are
based on a wide variation of studies, often only covering a particular type of family

members’ (e.g. parent or sibling) perspective. Future work needs to be developed that

17



Meta-synthesis of qualitative research on family communication of genetic risk
information

takes into account the different facets of family communication theory and apply it to
family communication about genetic conditions and genetic risk. This includes an
examination of the language and symbols used to convey genetic risk information
between different family members and how well they understand it, the effect it has on
the family system and the psychological outcomes for individuals’ and the families’
coping and adjustment. All of which may vary according to which family member is
affected by the condition, the morbidity of the disease, the stage of child development
and how these change as children mature. Such work will provide insight into how
information about genetic conditions and associated risks can be most effectively

communicated to children, for the benefit of both the parent and child.

With limited work available on family communication about genetic conditions we
examined the literature on family communication and chronic disease, which turned out
to be even more restricted. Comparable studies were found in family communication and
cancer, and many of the difficulties families affected by genetic conditions described

could be juxtaposed with those faced by parents and children affected by cancer
[7,46,47,48,49,50]

Limitations
There are several limitations that need consideration in relation to our findings for this

study and the methodology used.

Insufficient data do not allow conclusions to be drawn about variations in how and what
information parents share with their children depending on the morbidity and mortality
effects of the genetic condition, the timeline of disease development or the inheritance
pattern; autosomal dominant, autosomal recessive, X-linked or later onset and partial
penetrance. Nor do any of the studies examine children’s understanding and

interpretation of the information they are given.

The majority of studies do not include the child’s perspective but rely on parental reports

or on retrospective accounts. Other studies only briefly examined the communication of
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parents with their children as a subsidiary component. None of the studies explored
differences in communications between families of different ethnic backgrounds, in fact
ethnicity of participants was rarely described, or variations based on alternative family

structures for example one parent families.

The reliability of the meta-synthesis approach for qualitative research is sometimes
questioned as it is unclear how reproducible the findings are likely to be between

different research teams!?%%!

. The benefits and limitation of the methodologies generally
have been explored in detail by others (examples?®?2%l). However we tried to overcome
lack of reproducibility by triangulating the findings of 3 researchers who had
independently analysed the papers and produced first, second and third order concepts,
which were recorded and findings reported where they had been identified by at least two
of the three researchers. Whilst we cannot demonstrate reproducibility between different
research groups, similar to others developing this methodology?*?*! we would argue that
this type meta-synthesis approach merely reflects the inductive approach of qualitative
research where variations between researchers on primary data is equally likely. The
value of the meta-synthesis is that it is more in depth than a traditional literature review
as it draws on all the available research findings; treats them objectively and charts the

analysis process in detail to demonstrate the transparency and robustness of the outcomes.

Many of the studies we included could not always be described as high quality
methodologically; several for example had only a small sample size. The papers were
included however, because their findings added to the breadth of evidence from the other
studies. This is increasingly gaining acceptance in meta-synthesis of qualitative and
mixed methods studies!?®?*?224 where the quality levels of papers might be difficult to
demonstrate for a variety of reasons but often not directly related to the quality of the

research conducted®®.

Conclusion
Based on the limitations uncovered by this meta-synthesis of the empirical research to

date, further research is required to explore family communication across a range of
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genetic conditions based on a theoretical framework. Examining communication between
parents, affected children and their siblings with the aim of assisting parents and health
professionals in choosing appropriate strategies to promote children’s understanding, help
them cope with the knowledge and manage the emotions evoked. With many parents
reporting insufficient support from health professionals in advising them how to discuss
genetic risk information, insights into children’s living and dealing with genetic
conditions is essential. This will provide evidence for health professionals to enable them
to support families and ensure children are receiving sufficient information to promote
emotionally and psychologically adept individuals who can care and help each other.
Bearing in mind that what children learn from their families’ communication about a
genetic condition and associated risk will affect how they cope and adapt to situations in

their own future relationships and families.
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Table 1 Our psychosocial definition of family
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marriage or partnership, blood or adoption in which the people are committed to one another in an
intimate interpersonal relationship where the members see their individual identities as importantly
attached to the group they call ‘family’ which has an identity in its own right through a shared history
and shared future, and the adult(s) cooperate emotionally and financially to support dependent
individuals (and each other)’.

This definition is inclusive of genetically and non-genetically related individuals and
partnerships responsible for the raising and support of children and voung people.

Table 2 — Attached as a separate document
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Table 3: Narrative framework components occurring in reviewed papers

AUTHORS DATE THEMES

1 | 2 | 3 | 4
Studies primarily involving parents
Gallo et al [28] 2005 v v v'*
Kenen, Arden-Jones 2004 v v
and Eeles [29]
Forrest K et al [30] 2003 v v v'*
Miesfeldt, et al [31] 2003 v
Tercyak et al [32] 2002 v v v
Tercyak et al [33] 2001a v v v
Canam [34] 1987 v v
Canam [35] 1986 v v'x v
Studies involving parents and children
Holt K [36] 2006 Vv v v v
James, Holtzman and 2003 v v v v
Hadley [37]
Tercyak et al [38] 2001b v v
Fanos [39] 1999 v v v
Bluebond-Langner [40] | 1991 v v v v
Tyler & Harper [41] 1983 v v
Studies primarily involving unaffected siblings
Hern, Beery and Barry | 2006 v
[42]
Fanos, Davis and Puck | 2001a v v
[43]
Fanos and Puck [13] 2001b

* = Children and Young People’s understanding from parents point of view

Narrative framework components: Aide Memoir
1. Parents’ explanations of genetic conditions and the risks to their children
2. Reasons for discussing and sharing information (including reasons for not doing so)
3. Children and Young People’s Understanding
4. Emotions and feelings evoked for parents and children

Figure 1: Flow diagram of study selection process (see p25 or attached Powerpoint slide
for clearer version)
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Search terms: Truncations of communication and words relating to family (family, child, adolescent) were searched with truncations of genetic and chronic (with illness, disease and condition) and with the following specific conditions:
huntingtons disease, familial adenomatous polyposis, hereditary non polyposis colorectal cancer (HNPCC), duchenne muscular dystrophy, cystic fibrosis, neurofibromatosis, sickle cell anaemia. And chronic conditions: arthritis, asthma, cancer,
diabetes and epilepsy were searched and also matched with paediatric/pediatric.

v

Databases searched: Ovid databases (British Nursing Index, Cinahl, Embase, Medline, Psychinfo and Ovid ‘in process’) using free-text keywords and mapping to subject headings. (N = 2274 abstracts)
Web of science, Assia, Sociological Abstracts, Cochrane Library, Pubmed, ERIC, Economic & Social Data Service, ZETOC, Wiley Interscience, Swetswise, Science Direct, Childlink and Sigle. (N = 5417 abstracts).
Index to Theses (Europe) and Digital Dissertations (USA) (N = 971 abstracts). National Research Register (UK) (N = 1036 abstracts).

A

Total citations identified and abstracts read N = 9698

Sttt ST, Seupieieiaal fmmmm----SIiTIme R |
! Results for genetic condition N = 5324 | ! Results for chronic conditions and cancer N = 4374 !
2

Potentially relevant citations identified N =158

Inclusion criteria

1. Original peer-viewed research articles Exclusion criteria

2. Family communication ) o 1. Literature reviews undertaken by other researchers

3. Intergenerational relationships and their communication 2. Discussions between parents and health professionals
Agg groups: |r_10|ude ) - 3. Quantitative surveys of attitudes to genetic testing
Children as minors (<18 years) — affected children and siblings 4. Antenatal and neonatal screening or testing
Adults referring to their experiences as children o 5. Role of genetic counsellors or other health professionals
Adults views, belief and experiences of discussing causes and management of inherited 6. Health professionals views only

diseases with their children (affected child and siblings)
Adults views beliefs and experiences of discussing causes and management of chronic
conditions with their children (affected child and siblings)

4. Genetic conditions (categorise by type if possible — eg recessive, dominant)

5. Chronic conditions

6. Cancer

Studies meeting inclusion criteria 1 — 4 and exclusion criteria 1 - 6

and appraised: N = 19 Studies meeting inclusion criteria 1 — 3, 5 & 6 and exclusion

criteria 1 - 6 and appraised: N = 11

Studies omitted following appraisal N =2 ‘

Reason: Ambiguous reporting of the results meant none of the 3 reviewers could All papers analysed separately from genetic conditions and not included in meta-

understand them narrative. Reason: To compare findings to ascertain if there were differences in
families affected by genetic conditions compared with other types of illness

Studies included in the analysis to produce the —
meta-narrative on family communication about

genetic conditions following appraisal N = 17
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