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complicated by serious morbidity. Facial distortion,
which is a frequent component of dystonic reactions,
can be distressing to patients and may add to their
level of arousal.

Neuroleptic-induced dystonic reactions are more
common in young men (Ayd, 1961;Swett, 1975) and
may occur more frequently in patients with a family
history of drug-induced dystonic reaction (Rupniak,
1986). They are less likely to occur with neuroleptic
agents with high intrinsic anticholinergic activity
(Swett, 1975), and this group of agents should be
considered for acute and maintenance therapy in
vulnerable patients.
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of those with Wolfram syndrome than among the
spouses.

Case 1. A 23-year-old man, the eldest of four brothers,
was first admitted to the psychiatricward at the age of 16
because of manic-depressive episodes. Since then, he has
been admitted four times to the same ward. He is now an
out-patient at the same hospital.

Case 2. A 22-year-old man, who is the second of four
siblings, was examined at the out-patient clinic at the same
hospital, because ofamanicepisode, at the age of 16.He has
remained an out-patient since then.

Their psychiatric features, which met DSMâ€”IIIâ€”R
criteria for organic mood syndrome, mixed type, were
similar, although those of Case 1 were more severe.
In addition, Case 1sometimes showed delirious state
with ideas of referenceand persecution during manic
episodes. Their episodes were well controlled by
carbamazepine and/or a tricyclic antidepressant.

They werefirstdiagnosed as Wolfram syndrome at
the age of 16and 15respectively, by which time both
were totally blind because of their progressive optic
atrophy. They also had a sensory deafness and dia
betes insipidus, although insulin-dependent diabetes
mellitus was diagnosed at the age of 3 and at the
age of 1.5 for case 1 and 2 respectively. Psychiatric
episodes of the patients did not seem to correlate with
exacerbation of physical symptoms.

There are consanguiities in this pedigree, the
probands' parents being second cousins, and the
probands' paternal and maternal grandparents first
cousins. In this pedigree, three members suffer from
psychiatric illness â€”¿�schizophrenia, bipolar affective
disorder, and schizoaffective disorder with diabetes
insipidus.
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Organic mood syndrome in two siblings with
Wolfram syndrome

SIR:We would like to support the notion of Swift eta!
(1990, 1991) that being a homozygous carrier as well
as a heterozygous carrier of the Wolfram syndrome
gene predisposes to psychiatric illness. We have
observed DSMâ€”IIIâ€”Rorganic mood syndrome as
sociated with Wolfram syndrome in two male
siblings and psychiatric illness in their pedigree.

Wolfram syndrome is an autosomal recessive
neurodegenerative syndrome defined by diabetes
mellitus and progressive optic atrophy, first de
scribed by Wolfram in 1938. Diabetes insipidus and
deafness as well as an atonic bladder and diverse
neurological abnormalities are also frequently
observed. Increased incidence of psychiatric illness in
this syndrome was reported by Swift et a! (1990).
Their conclusion was that the Wolfram syndrome
gene predisposes homozygotes to psychiatric illness.
A later report by the same group claimed that hetero
zygous carriers of the gene for the Wolfram syn
drome are also predisposed to significant psychiatric
illness (Swift et a!, 1991). They found a larger pro
portion of psychiatric illness among blood relatives
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