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Abstract. This paper addresses the question of whether to return information about disease
and hereditary dispositions, resulting from research, including information that not only
affects the research subjects but is aso of interest to their biological relatives. An important
prerequisite for areturn is that results meet strong quality requirements. Moreover, the argu-
ments in favor of a contact should outweigh those againgt it. When there is a mora demand
to inform biologica relatives, subjects themselves typically act as informants. If subjects are
in doubt as to whether a contact is required, the investigators themselves must make a
judgment. If they fedl it isindeed necessary, they should try to strengthen subjects autonomy
and encourage them to take responsibility. It is argued that this is neither a paternalistic line
of action, nor does it undermine the autonomy of research subjects and their relatives.
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1. Introduction

Medical research focusing on genetic disorders and changes will occasionally
generate knowledge about aresearch subject’ s possible carrier status and his or her
current or future disease. Furthermore, the knowledge gained often pertains not
only to the subjects but also to their biological relatives. In this paper, | address the
question of how to treat personal information about disease and hereditary disposi-
tions, resulting from research, including information that not only affects
individuals, but can also be of interest to their biological relatives.

First, | ask whether results should be returned at all. Perhaps the best way to
keep difficulties at bay would be to avoid the issue. Second, if a case can be made
for the desirability of returning information to the individual, | will ask whether
this individual’s biological relatives have a right or duty to know about familial


https://doi.org/10.3176/tr.2004.1/2.04

Should results be returned? 47

information that may greatly affect their lives. How do we weigh the arguments?
As Crouch and Elliott point out (1999:275), when it comes to “moral decisions
about the family, the tools of moral philosophy and the law have not always
served us well, particularly when the question involves exposing one family
member to risks for the sake of the other.” | discuss how family ethics and a
certain conception of autonomy challenge the often-undisputed notion of non-
directiveness.

In this paper, | map the ethical terrain and provide reminders about important
features, both moral and factual, that should guide any assessment of policymak-
ing in this area. 1 do not try to propose what any individual should do in any
particular situation. We need to remember that no ethical deliberation of the kind
offered here can replace the subject’s responsibility for his or her own actions.
Facing up to responsibility and interacting with family members are identity-
shaping actions and are thus closely connected to a person’s innermost being. In
Margaret Walker’'s words, in doing such things a person exercises “ strong moral
self-definition” (Walker 1987).

2. Should research results be returned to subjects?

Those who answer this question in the negative do so on principle or because
of misgivings concerning the results' usefulness. Thefirst type of objection asserts
that it is never necessary to return results to subjects, as this should not be the
investigators' first priority. This argument merits discussion, and | will return to it
below.

Discussions of usefulness point to the quality of results. There is a concern that
different types of errors could have crucial consequences, as individuals may
change their entire lives because of atest result. With genetic information, an error
may also greatly affect family (see, e.g. Fost and Farrell 1989). In the case of
predictive information, it may be along time before an error or a misinterpretation
is recognized. One must be aware of the risk of errors due to situations such as
misidentification or contamination of samples, incorrect testing procedures or
transcription errors. A research laboratory seldom meets the same expectations
regarding quality control as would a diagnostic laboratory. Therefore, strong
requirements must be placed on the quality of results. This serves the initia
purpose of limiting the results that may be considered for areturn.

Results from research are often very uncertain, difficult to interpret, or even not
applicable to the individual. These shortcomings pertain to screening tests in
general (Sasse 2002), not least since genetic prognostications apply mostly to the
aggregate rather than individuals (Finkler et a. 2003:404). Hence, it can be said
that information to be considered for disclosure must be such that is applicable to
an individual, reasonably legible, and reliable — that it springs from a relatively
certain research result (i.e., its sensitivity and specificity). To be a basis for
information to be shared, knowledge should furthermore indicate that harm is
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foreseeable (the subject is at risk), that it is likely (e.g., penetrance), and that it is
serious. Most genetic research will reveal susceptibility rather than offer diagnosis
of a certain disease. Of course, risk and likelihood must be balanced against the
magnitude of threat posed to the subject. Regarding genetic diseases, time is an
important factor. Is it reasonable to let people worry about a 50% risk of develop-
ing a disorder at the age of seventy when they are still in their thirties? Further-
more, in most cases, results should have clinical implications in order to motivate
disclosure. That is, the disease should be preventable, treatable, or it should at |east
be possible to reduce the risk of harm with early intervention. Of course, the risk
implied by such an intervention should be acceptable when judged against the
predictive value of the research result.

Since it might be difficult to evaluate results and there may be wishful thinking
on the part of investigators, it is recommendable that results be subjected to peer
review before research subjects are contacted. Only when the study has been
replicated or accepted by peers in some other way should the fulfillment of the
requirements (Fig. 1) imply that a return might be considered (see Clarke et al.
2001). A typica model for the requirements indicating the permissibility or duty
to contact the subject can thus be summarized:

Research findings Harm Disease
applicable to the individual foreseeable preventable
legible likely treatable or
reliable serious risk reducible

Fig. 1. Contact requirements

Undoubtedly, terms such as ‘reliable’ and ‘serious’ are vague. Definitions and
explicit criteria are needed, but these are not addressed here. Instead, before a
study, investigators and the research ethics committee should decide upon the
precise point at which each requirement is fulfilled. Through defining the require-
ments relative to the particular project, an instrument is created to guide sub-
sequent decisions.

For some it seems natural to return results that meet the contact requirements
(Hannig et a. 1993, Feinleib 1991), while others present arguments to the contrary
(e.g. the Danish Council of Ethics 1993). One of the main objections is that it
would be too time-consuming and costly to contact research subjects, and that this
cost may even inhibit important research. This objection considers the research as
more important than any possible individual benefit. The idea is that too many
resources are spent on information and counseling activities that in the end may
have relatively insignificant results on people’s health. Another objection makes
an argument about justice or good stewardship. Curtis Naser points out
“[R]esearchers owe afiduciary obligation to their funding sources which make the
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research possible.” (1998:174) Thus, it would not be responsible to use a great
deal of funding for activities other than research. These are sound arguments, but
the obstacles in no way pertain to all studies. It is not always time-consuming or
costly to contact subjects when this is clinically relevant, and even very large
studies may find time- and cost-effective strategies. Further, it is possible already
at the funding stage to make clear that return of results may be part of the research
project. Therefore, the funding sources will already have approved that some
funding be used for this purpose.

3. Beneficence and respect

So, although these arguments may show that contact is not necessary, and isin
some cases clearly undesirable, there may nevertheless be good reasons for it
when the contact requirements are met. First, we have the general principle that we
should do good and prevent harm. In some instances, even small changes in life-
style may prevent disability and early desth, as is the case with autosomal
dominant polycystic kidney disease, hereditary hypercholesterolaemia, or o, anti-
trypsin deficiency (Wilcke 1998). Such cases present researchers with a palpable
obligation to establish contact.

One could take a further argumentative step concerning a subject’s right to
important health information. Investigators would then have a corresponding duty
to disseminate information. But Naser has a point in stating, “clinical benefits to
individual research subjects are not positive rights...” (Naser, 166). We cannot
claim to have an individual benefit from research. We may give provisos regarding
participation in a research project, thus exercising our negative right to decide
whether or not to participate, but the research as such is not aimed at giving
benefits to the individual. The benefits of research redound to “future unknown
patients, society in general, or the common good” (Naser, 168).

Even if there is no positive right, a duty does not have to depend on a cor-
responding right. This has been pointed out by Mary Ann Cutter:

To show respect for persons is to value persons by refraining from eliminating
the necessary conditions of personhood, which include life, bodily integrity, and
freedom to make choices and to act upon them, and so on. In addition it means
acting to promote the presence of such conditions. Respect involves, then, a
negative and positive duty to others. On this view, respect is not dependent on
the consent or rights of another. The obligation to show respect for persons is
not an obligation to the person in question. It is an obligation to act in certain
ways toward that person or persons. And so, on this analysis, respect is owed to
the innocent and vulnerable, to communities of persons, as well as to rational
agents (Cutter 1998:150).

| believe Cutter makes a relevant point, and that project managers should show
respect for research subjects by considering a return of information that may be
beneficial to them. It is not always a good experience receiving such news, how-
ever. Thereis a possibility of quite adverse reactions to news that one may carry a
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latent genetic defect. Such information could cause emotional distress, lead to drug
abuse or even attempted suicide. If subjects are to be contacted only when specific
contact requirements are met, strong reactions are possible, as the case would then
most likely be serious.

By no means is good news exempt from these considerations. In a study, it was
shown that 10% of people who learned they did not carry the gene disposing for
Huntington’s disease had problems agdjusting to their new status as non-carriers
(Wiggins et al. 1992, see dso Peters et d. 1999:21). Another example would be a
negative test result bringing the redlization that the people believed to be one's
biological parents were in fact not the biological parents. Thoughts on the possibility
of seeking one's “real” birth parents may be upsetting. Last, consider that so-called
preselected individuas (children who are singled out by their families as the ones
who “will eventually develop” a disease that “runsin the family”) who test negative
may be ostracized from the family as aresult (Richards 1996:266).

Researchers contacting people about supposedly important results, without hav-
ing the skill or time to provide appropriate counseling, might not be beneficial or
respectful. There is a need to carefully explain to affected subjects that the penetra-
tion of diseases varies, that, likewise, the age of onset and speed of progression vary,
and finaly that the clinical expresson may differ, sometimes greatly. The pro-
babilistic nature of genetic knowledge must be made explicit in light of the
deterministic views often spread to the public. Contrary to intuition, a negative test
(e.g. for breast cancer) may nevertheless imply that one continues to have the same
risk for future disease as the rest of the population does. The difference between
being a carrier and having a disease is another distinction that is hard to understand.
Subjects usualy have a hard time grasping the intricacies of probabilities; even
health professionals sometimes find this difficult (Thomson 1997). For example,
Giardiello et d. (1997) report that in astudy of physicians who ordered agenetic test
for colon cancer, the test results were misunderstood 31.6% of the time. Sankar
(2003:400-401) cites many other studies with similar results. Thus, great caution
should be taken in weighing the pros and cons of a decision to inform. Availability
of appropriate counseling can therefore be considered a plusin the consideration.

To conclude, the most important prerequisite for a return is that results meet
well-defined contact requirements. Moreover, the arguments in favor of contact
should outweigh those against it, and a plan and organization for supplying
information and dealing with its consequences should be in place. Then, and only
then, will the duty to establish contact follow from the fact that the contact will be
beneficial to, and show respect for, participants.

4. Information to biological relatives
If the primary research subject is given crucial health information, biological

relatives may also have an interest in the information. Should they, then, be
involved from the outset by being given information and perhaps being asked to
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consent to future contact? A strong principle of this kind has been put forth by the
Swedish Medical Research Council. It states that the research ethics committee
“must also carefully consider situations such as when gene markers may have
individual or group interest for concerned relatives of the person who has sub-
mitted the sample. In such cases informed consent should be obtained from
anyone who could be directly affected by research results” (Medical Research
Council 1999). In favor of this position, we may argue that to conduct research on
the sample of one person is at times in effect to simultaneously do research on
another person. We must also view biological relatives as patients (or as human
subjects participating in a study). Clearly, however, in order for someone to be a
patient he or she must be conscious of this fact. But relatives to a patient, X, are
neither aware of being patients (given their awareness of being relatives to X), nor
may they want to become patients when given the genetic information originating
from X (Goldworth 1999:397). To this counter-argument, it might be replied that
in order to be the subject of research such awarenessis not necessary. Research on
people not aware of being subjects is often performed. To conclude, then, it seems
unclear whether biological relatives may be properly considered subjects in the
way this argument presupposes.

More important, for investigators to be required to give information to, and
acquire consent from, every biological relative who may possibly be affected by
the research result is not feasible, except in rare casesinvolving very small studies.
To contact every person possibly affected beforehand would be outrageously time-
and cost-consuming. As noted above, this would be poor stewardship. Further, it
does not seem reasonabl e to give the relatives such veto power over whether or not
the research subject should be able to participate in research. This, presumably,
would put an unreasonable limit on personal decision making in matters of health
and participation in research. Thus, contact with biological relatives should only
be made when there are results that meet contact requirements, and when investi-
gators are morally required to make contact.

Let us, then, examine why such a moral requirement may exist; certain inter-
national organizations believe that it does. For example, the Hugo Ethics Committee
(1998) noted that genetic research might yield genetic information that is important
to biological relatives, and that respect for families should be facilitated. The
committee concluded that special considerations should be made for access by
biological relatives (see adso, e.g. World Health Organisation 1997). | will address
three possible reasons why a duty to contact biological relatives may exist:

First, it is sometimes a question of justice regarding whether biological
relatives should be given the offer of having results returned. In clinical genetics
research, the use of “detailed medical and family histories over three or more
generations about siblings, parents, children, cousins, aunts and uncles, and more
distantly related family members... Complete individual and family socidl,
reproductive, and health history... are all essential components” (Pergament 1997:
92f.) Is it not reasonable to suggest that biological relatives, by sharing informa-
tion and submitting samples along with a great deal of their time — and thereby
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making successful research possible — are entitled to receive information springing
from that research that may be very important, if available? This argument carries
some weight, but only if it would be considered a good thing to receive such
information, and if the receiving party wantsit. This consideration brings us to the
two main arguments found:

Second, | stated above that health professionals have a duty, or obligation, to
benefit their patients and to prevent harm from coming to them — the so-called
principles of beneficence and nonmaleficence. These principles should govern a
professional’s behavior toward the whole of community. If harm can be avoided
by a certain action of the professional, he or she is obliged to try to act as such
unless there are obstacles preventing it. There is such a duty on investigators to
rescue as well. Thisiswhy, for example, we expect physicians and investigatorsin
medicine to inform the community as awhole about potential health problems and
to instruct on how to avoid health hazards. Therefore, relatives should be informed
when the benefit of a disclosure outweighs possible harm.

Third, and last: Suppose a person A learns she has late-stage cancer. She also
learns that her relative, B, tested positive for this disease ten years ago in a
research project. From that test, it would have been very easy to predict that A had
a50% risk of contracting the disease in the near future. The physician directing the
research, as well as B, knew this. Nevertheless, neither of them contacted A. The
disease could have been cured at an early stage, but now it is too late. A feels
betrayed and tells them she had “a right to know!” It does not seem an
unreasonabl e thing to say. Whatever we theoretically make of rights, this seems as
good an example as any of where talk of rightsis appropriate. We may not have a
positive right to research results, but when the relative and his physician have the
information in their hands, our claim to being informed carries much more weight.

5. Harms, rightsand duties

Even when the affected relative and his physician have an obligation to
disseminate information, they may be reluctant to proceed. What if possible harm
speaks against giving information? What if there are uncertainties as to whether
the unwitting relative would actually want to exercise his or her right to informa
tion? Glass et al. have pointed out that a contact in itself may have unwanted
consequences for the parties concerned.

To begin with, family members may be ignorant of facts that could prove
embarrassing. “Facts such as adoption, incest, artificial insemination, nonpaternity,
pregnancies, or permanent institutionalization because of menta illness are
frequently hidden from at least some family members’ (Glass et al. 1996:6). It is not
difficult to agree with the conclusion that participation in research should not extract
“secrets from those unwilling to share them” (ibid.). As is the case with research
subjects, relatives may react with fear, anger, survivor guilt, despair and the like
when confronted with both positive and negative test results (Taswell and Sholtes
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1999). For these reasons, some people do not welcome being contacted and receiv-
ing knowledge about their health status. They may decline any information about
their own risk for disease; questions asked about relationships and diseases might
revive memories of actions or events thought to be long forgotten. If this happens,
the right not to know and the right to privacy are discarded. Accordingly, the
Swedish government concludes, “no-one should have to receive knowledge about
their future diseasesif they do not wish to do so” (Swedish Government 1989:19).

The problem is that a right not to know may clash with the right to know as
discussed above. This conflict is sometimes evident in official documents, such as
the Convention on Biomedicine by the Council of Europe (1997: Chapter 3, article
10:2): “Everyone is entitled to know any information collected about his or her
health. However, the wishes of individuals not to be so informed shall be
observed.” How does one comply with both these demands when even asking for
the willingness to receive information might let the cat out of the bag? If you are
asked whether you want to be tested for a particular disease, the question in itself
revealsthat you are at risk.

The value of privacy (here, the ways and circumstances under which other
people access information from a person or give information to a person) may be
based on the view of privacy as an intrinsic human good or as a means to fostering
flourishing and autonomous individuals (Allen 1997:35). In either case, it is some-
thing that should be respected. On the other hand, access to relevant and important
information makes an autonomous and flourishing individual life possible. By
receiving information, the individual becomes equipped to make a truly informed
decision. One may even see disclosure of information as a much-needed tool for
important genetics education in contemporary society. Hence, to decide that
someone should not receive possibly distressful information is as paternalistic an act
as is reveding the information. Accordingly, an unrestricted right to privacy
(interpreted as an absolute right not to be informed of matters concerning health,
regardless of circumstances) must be avoided. Moreover, we need to keep in mind
that a diagnosis does not necessarily lead to a diminishing quality of life or emo-
tional malfunction; on the contrary, improvement often follows (Bozcuk 2002,
Broadstock et al. 2000, Wiggins et al.). The distress of a relative, due to the
suspicion that there is something to be revealed, may be remedied by a disclosure.
For some, a positive test result will confirm suspicion and establish a sense of
control. Hence, the therapeutic privilege (to withhold information that may damage
the patient’ s health) should not be used lightly.

Here, one can introduce the possibility of a duty to know. If someone, by
knowing, has an opportunity to take preventative measures and if the choice of
action makes a definitive impact on the well-being of others, it seems reasonable
to say that he or she should choose to know. This seems particularly important
when it comes to reproductive choices (we may even be obligated to return results
about incurable diseases in such circumstances). When you choose to have or not
to have a child with a severe genetic disorder, your decision will have an impact
on your own situation, your ability to care for your spouse, possible (even future)
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siblings, as well as for the society (e.g., costs). This is not to say that only one
conclusion is possible, but that it is an inherently good thing to make such
decisions knowingly and responsibly. People do feel that they have such a duty
(see, for example, the case of AnitaM in Kielstein 1998:136f.), therefore the right
not to know, which in some circumstances may seem justified, should be properly
counter-balanced by a duty to know in other circumstances. No general conclusion
is possible; each case with its particular circumstances must be considered.

When a research subject agrees that a disclosure of research results should take
place, the standard procedure is that the subject him- or herself informs the
biological relatives. The subject is the best judge of whether the benefits outweigh
the harm, and is in the best position to decide when, how, and how much to tell. The
subject also knows if embarrassing facts have presented themselves, and is the only
person with the moral right to decide whether to disclose them or keep them secret.
Many participants in the debate are satisfied with this and leave the rest to each
individual to decide. If someone chooses not to tell the biological relatives, it is his
or her own decision. The autonomy of the patient or research subject is seen as the
prime value to safeguard. In the next section, | will challenge this standpoint.

6. Family ethics and autonomy

A research subject may feel free to revea just as much information to
biological relatives as he or she finds convenient. But what if the stakes are high
for relatives and there truly are good reasons for a return of results? The Nuffield
Council on Bioethics (1993:42) has given this example:

A man diagnosed with a mild form of adrenoleukodystrophy (ALD), an X-linked
condition that can be carried by healthy females, did not wish his diagnosis or
the genetic implications to be discussed with his family. Seven years later, his
niece gave birth to two successive boys who have a more severe form of ALD.
The illness only came to light in them when the elder boy started to display
symptoms. The mother’s sister, the man’s other niece, has also given birth to a
son subsequently diagnosed with ALD. Both families are bitterly resentful that
the medical services did not warn them of their genetic risk.

There is something troubling with the notion that a person’s autonomy should
trump the biological relatives well-being and opportunity to make an informed
and autonomous choice in, for instance, reproductive matters. The core question is
whether one relative is right in withholding information that may greatly affect the
future well-being of other relatives. We may need to realize that we “are too
genetically intertwined to realy be autonomous individuals anymore. My
decisions about studies of my genome, or those of my as yet unburied ancestors,
can affect not only my living relatives, but those yet to be conceived” (Lawrence
1998:134). The paradigm of research ethics and healthcare is the free, autonomous
agent. This reflects an earlier shift from prescriptive courses of action toward an
enchantment of patient autonomy. However, genetic research may need the
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cooperation of family members to succeed, and, more importantly, by its very
nature concerns whole families (Glass et al., 5, Finkler et al., 410). This shows that
the picture of an autonomous agent is a construct suited to a certain time and
place, and that the time may have come to challenge this construct.

John Hardwig is one ethicist who has proposed that more weight should be
given to families in healthcare decisions. He states that families also have
interests, and plain justice demands that we listen to what they say. The interests
of family members are sometimes more important than are those of the patient,
and so the former should override the latter. Basically, Hardwig gives two argu-
ments in favor of this conclusion. First, because ”"the lives of those who are close
are not separable, to be close isto no longer have a life entirely as you choose. To
be part of a family is to be morally required to make decisions on the basis of
thinking about what is best for all concerned, not simply what is best for yourself”
(Hardwig 1990:6). Second, if we treat every patient as if only his or her own
wishes and interests were of importance, we will strengthen an individualistic
medical ethic and thereby actually undermine close relationships, something that
will both have grave consequences and threaten something we perhaps value for
its own sake (Hardwig, 7).

Today it is often assumed that as “personal autonomy deserves respect” one
should not try to “influence the decisions’ of subjects. Thisis known as the dogma
of non-directiveness. Would not the line of action proposed by Hardwig abandon
this dogma, and hence undermine respect for autonomy? However, to give equal
weight to the family does not necessarily mean to neglect autonomy. According to
Hardwig, autonomy is not solely a right to choose what is best for oneself, but
rather a responsible use of freedom that is diminished whenever one "ignores,
evades, or slights on€e’ s responsibilities’ (Hardwig, 8).

Would not such a line of reasoning put gresat restrictions on personal liberty?
For example, Hallowell et al. argue that women's choice to undergo testing for
BRCA1/2 mutation (a mutation predisposing to breast cancer) out of a perceived
obligation to care for their relatives constrained their choices, since they felt they
had “no real choiceg” (2003:76). Does this make their act of choosing “more
chimerical than real”? Certainly, one is emotionally tied to other persons through
being part of a family and it is true that we are bonded by love, but to repudiate
those relationships will not make us freer (Crouch and Elliott, 277). Jacquelyn
Kegley puts it succinctly: “[A] necessary condition of one's being a person is
being-with-others’ (Kegley 1998:56). Autonomy and freedom are not concepts
with defined meaning outside particular situations and social settings; instead, they
take on a new meaning by being put in such genetic contexts as discussed here. To
say that | “have no choice” may be interpreted as an expression of an autonomous
decision to face up to the present situation. Compare this to a mother who is asked
why she persists in caring for her criminal son, and answers “I have no choice;
after al, heis my son”. Not having a choice expresses a fundamental attitude that
most of us find admirable. This attitude must be kept separate from cases in which
people are coerced against their better judgment.
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Given the definition of autonomy proposed by Hardwig, we might come to
realize that there exists a temptation to evade on€e's responsibility in the name of
autonomy and freedom. Hence, the individual should be encouraged to assume not
only decisional responsibility, but aso to consider the welfare of biological relatives.
As s00n as a person donates a biological sample for research, relationships with
relatives come to the forefront. The act entails giving something that in this respect
is not private, and therefore he or she should assume responsihility for the fact that
what is done may affect close kin (geneticaly close, if not always socialy). Given
that true autonomy involves responsible deliberation over the needs of others, the
professional (or investigator) should sometimes try to strengthen such autonomy,
even if the first reaction of the subject is to avoid all responsibility for his or her
biological relatives. Thisis in line with how health professionals seldom hesitate in
being directive about medically beneficia behaviors, tests and therapies. In fact,
even the professionals who are most affirmative of non-directiveness often testify to
the impossibility of carrying it out in real-life situations (Cunningham-Burley and
Kerr 1999, Williams et a. 2002). We may even ask whether counselors ever have
intended to be non-influential on a correct analysis of ‘non-directiveness (Lietaer
1992).

This discussion also casts light on whether giving information to biological
relatives should be considered paternalism. We can now differentiate between a)
an autonomous decision to face a problem, and b) deciding upon the problem
autonomoudly. Even if disclosing information to someone who has not asked for it
disallows an autonomous choice in the former sense, it makes an autonomous
choice possible in the latter. According to the notion of autonomy deliberated
above, in order to enhance a person’s autonomy it is of greater importance to
promote the possibility of the latter than to give in to the former. Thus, by denying
a person the choice of facing the problem or not, one is in reality promoting the
things that make the first principle important in the first place: promoting the
individuals' dignity, the possibility to think and choose for oneself. It may be said
that one has a duty to determine one’s own actions on such an account, something
that must be done through thoughtful and informed deliberation of possibilities.

The fact that the autonomy principle has greater weight in the latter sense can be
brought out in another way. In order to deny someone autonomy in this sense, we
usualy demand a very strong justification. People can be forced to receive care, for
example, when their actions may put themselves or others at great risk. On the
contrary, people receive information amost daily that is neither anticipated nor
asked for. Constantly, when we open the newspaper or listen to the radio, a piece of
information may come through that can grestly affect our lives. Of course, thereisa
difference between intentionally giving someone specific information that will affect
him or her, and publicly announcing information that may affect individuals. The
point is that in both instances, the person receiving information cannot control when
and what will be learned. To receive information we do not anticipate is one of the
contingencies of life. However, our ability to choose how to react when faced with
such information is often thought to be the hallmark of humans.
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Of course, the decisions to be made must not be results of autonomy in the first
sense being overridden. This would mean that someone else formulates and forces
the problem on you. The problem must be factual, independent of the disclosure of
information. My view isthat a person objectively has a problem, whether or not he
or she knows of it yet, when health information exists together with different
options for actions that would significantly change the life of the affected person if
disclosed. | suggest that the contact requirements given above function as a “first
test” for deciding when someone objectively has a problem of such multitude asto
require adenia of autonomy in the first sense.

7. Themoral obligation to inform

In real-world situations, an obligation to inform biological relatives is dependent
on the quality of the relationship. Individuals are more likely to discuss disorders
with close relatives (Peterson et al. 2003:84, Claes et a. 2003, d’ Agincourt-Canning
2001). Very few acknowledge having an unrestricted obligation to biological
relatives that they may not even know. Hence, the strength of Hardwig's two
arguments above is dependent on obligations that exist within relatively close social
relationships. It is paramount that we keep in mind the difference between the socia
family and biological relatives. Hardwig and others argue for an ethic of families (in
the socia sense), but this ethic cannot automatically be applied to relationships
between biologica relatives. Few would accept the idea of owing mora considera-
tions to a stranger with a closely matching DNA profile out of this fact alone.
Obvioudy, the moral demand on subjects to contact biological relatives will be a
function of how well the contact requirements are met, the benefit/harm ratio, and
perceived closeness to concerned relatives (see Fig. 2).

A

Contact
require-
ments and
benefit /
harm ratio

Closeness to relatives

Fig. 2. The affected relative’s moral obligation to inform as afunction of contact requirements,
benefit ratio and closeness to the biological relatives.
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The closer the relationship is from genetic (contact requirements) and social
(closeness to relatives) aspects, respectively, the more that speaks in favor of a
contact. Therefore, relatives considered for a contact will typically be easy to find.
That is, the principle above also answers questions of how to set limits regarding
what counts as “family” and whether distant relatives should be contacted.

8. Isthis strategy workable?

An obvious concern is that only a small number of people will consent to being
subjects in a study that is carried out on the premise that one must accept
responsibility for the dissemination of information to biological relatives. After al,
to be faced with the “messenger dilemma’ of informing one’s relativesistypically
perceived as bad news or a burden (Adelswérd and Sachs 2003, Bonadona et al.
2002, d’ Agincourt-Canning, Hallowell et a.). Is this concern well-founded?

First, note that re-contact will be unusual in aresearch setting, given the strong
contact requirements outlined. On the rare occasions that this becomes an issue,
research suggests that individuals conceive of themselves as selves in relation,
with a prime responsibility to care for other family members by providing them
with important information (Hallowell et a.). Note that women tend to bear a
greater responsibility for the health of their families than men do; therefore, we
need to be observant of gender aspects. Of course, the fact that women shoulder
responsibility might show that they are “active moral agents’, but it can also be
interpreted as women assuming a “ disproportionate responsibility”, perhaps going
too far in efforts to contact people they do not even know (d’ Agincourt-Canning,
244-245). If the burden to establish contact is disproportionately assigned to
women, perhaps an injustice is done. Gender aspects aside, the idea that men and
women do feel a responsibility to care for other family members finds support in
other studies. Commonly, people do think they have a responsibility to disclose
genetic and hereditary information to family members (Applebaum-Shapiro et al.
2001, Bonadona, d’ Agincourt-Canning, Decruyenaere et al. 1993, Lapham et al.
1996, Lehmann et al. 2000, Peterson et al. 2003, Plantinga et al. 2003, Wilcke et
a. 1999). This supports the idea that we should encourage subjects to face up to
responsibility.

To summarize, a strategy for addressing these problems should be presented
aready in the informed consent phase. Often, research subjects will agree that
research results should be disclosed. Doing so will hevertheless be an exception to
the rule, since there are strong demands on the quality of results, and since
arguments in favor of disclosure must carry greater weight than arguments against
it. As argued before, the most important prerequisite for a return of results is that
the contact requirements be met (Fig. 1). Typicaly, when contacting the biol ogical
relatives is a moral demand; the subjects inform them (Fig. 2). If subjects are in
doubt about a contact, the investigators must themselves judge whether it is
required. If they believeit is, they should try to strengthen the subjects’ autonomy
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and encourage them to take responsibility. This strategy, empirical research
suggests, will not be a magjor obstacle to the recruitment of research subjects.
Rather, it will bein line with the practices already adopted by health professionals,
and will be congenia with public morals.
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