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SUMMARY A single stillborn female with cra-
niofacial, abdominal, and central nervous sys-
tem malformations was exposed to reserpine
during the first six weeks of gestation. Parallels
between the malformations present in this
infant and those induced in rats through
exposure to reserpine at analogous periods of
gestation suggest that reserpine may pose
specific risks for malformations in some preg-
nancies.

Scant information is available concerning possible
harmful effects of reserpine in human pregnancy,'
although it may be teratogenic in some animals.2 We
recently evaluated a stillborn infant with a constel-
lation of malformations extraordinarily similar to
those described in exposed rats.2

Case report

This stillborn female was born to healthy 30 year old
parents. Her mother had two normal children by a
previous marriage. There was no family history of
birth defects. Before recognition of this pregnancy,
reserpine (0-50 mg/day) was prescribed for the
mother's hypertension and Raynaud's disease. By
dating from the last menstrual period, the reserpine
exposure was from conceptional day 13 to concep-
tional day 41 when it was discontinued because the
pregnancy was recognised. Other exposures in-
cluded 10 cigarettes per day and ampicillin late in
pregnancy. No fetal problems were recognised
before the day of delivery; fetal movement was
noted at 16 weeks' gestation and fundal heights
remained normal for dates. There was sudden onset
of vaginal bleeding at 30 conceptional weeks.
Ultrasound showed abruption of the placenta and,
in addition, demonstrated multiple congenital mal-
formations in the fetus including an open defect of
the abdomen, a large midline fluid filled mass in the
brain, and polyhydramnios. Vaginal delivery was
elected and the stillborn was delivered in the breech
position.

Clinical examination and necropsy evaluation of
the infant revealed: weight 1050 g, length 32 cm, and
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head circumference 27-5 cm. Craniofacial abnorma-
lities included bilateral cleft lip with deformity of the
nose, bilateral cleft palate, and bilateral anophthal-
mia (figure). There was a marked scoliotic curve in
association with a large right sided thoracolumbar
open defect without membrane covering (figure).
This gastroschisis-like abnormality resulted in even-
tration of intestine, liver, and lung, the latter made
possible because of bilateral diaphragmatic
agenesis. The brain contained a cystic mass 6 cm in
diameter which communicated with the ventricles.
The placenta and umbilical cord were structurally
normal. Both kidneys appeared grossly and micro-
scopically normal, there was no evidence for pre-
vious rupture of the amnion, and chromosomal
studies by ( banding of cells from fetal tissues taken
after delivery were normal (46,XX).
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FIGURE Postmortem photograph showing the clinical
features described in the text.
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Discussion

Disorders which could result in a constellation of
malformations similar to those seen in this infant
include early amnion disruption or short cord
sequences, a cytogenetic malformation syndrome,
or perhaps Meckel syndrome. No historical or
pathological information supports the first, normal
cytogenetic studies rule out the second, and the
presence of histologically normal kidneys is incom-
patible with the third.3
Heinonen et all reported a non-significantly raised

standardised relative risk for uniform rate mal-
formations of 1-82 for exposures to reserpine and
related rauwolfia alkaloids. The list of noted mal-
formations associated with reserpine exposurel in-
cludes no examples of a complex similar to that
reported here. Similarly, although Sobel4 recorded
two infant deaths in a series of 15 infants exposed
prenatally to reserpine, none had multiple mal-
formations.

In contrast, Goldman and Yakovac2 suggested
that reserpine exposure (alone or in combination
with aspirin) on day 9 or 10 can result in malforma-
tions in the rat, including anophthalmia or microph-
thalmia, thoracoabdominal eventration, cleft lip and
palate, central nervous system malformations in-
cluding encephalocele and cranioschisis, and an
increased frequency of late resorptions. Gestational
days 9 and 10 in rats are approximately equivalent to
days 16 to 24 in humans.5
The parallels of timing and of the specific demon-

strated malformations are striking. Exposure in the
case presented here was at a period analogous to the
proposed critical period in rats. The combination of
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anophthalmia, thoracoabdominal eventration, cleft
lip and palate, and central nervous system mal-
formations was present in the rat fetuses and in the
human infant described. While in no way proving
that the association of reserpine exposure in preg-
nancy and the multiple malformations seen in this
infant are causally related, these parallels do suggest
that reserpine exposure may pose specific risks for
such multiple malformations in some pregnancies.
Additional similar case reports would suggest that
this is a 'sentinel case' rather than a fortuitous
association.

This infant was initially ascertained through the
Wisconsin Stillbirth Service Project supported in
part by funding from the Division of Health,
Department of Health and Human Services of the
State of Wisconsin.
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SUMMARY A child with the Tel Hashomer
camptodactyly syndrome is reported.
Although muscle weakness and hypoplasia are
reported features of this syndrome, further
investigation of muscle function has not pre-
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viously been carried out. We report a raised
creatine kinase and an abnormal electromyo-
gram and muscle biopsy in this syndrome. The
histology of the muscle biopsy shows a wide
range fibre diameter in type 1 and type 2 fibres
with a relative deficiency of type 2b fibres. It is
suggested that this condition may be primarily
a myopathy.
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