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(d) Diet deficiency in Vitamin A during pregnancy
in experimental rats (Wilson & Warkany, 1949.
The prognosis in congenital absence of one lung

depends on the presence or absence of other associ-
ated congenital abnormalities, together with in-
creased vulnerability to pulmonary infections.
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Congenital abdominal coarctation with renal artery
hypoplasia, hypertension and rheumatoid arthritis

N. NAGARATNAM* W. M. T. WEERASINGHE
M.D., M.R.C.P.(Glasg) M.B.B.S.(Cey)

Physician House Physician
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STENOSING LESIONS of the abdominal aorta are rare.
They are of varied aetiology, and may be due to
congenital anomalies, atherosclerosis, dissecting
aneurysm and acquired lesions of the inflammatory
type of specific and of non-specific origin. Abdominal
coarctation can occur above or below the level of
the renal arteries. If the renal arteries are involved
a syndrome of Goldblatt hypertension is produced.

*Present Address: Government Hospital, Gampaha,
Ceylon

This paper reports a case of congenital abdominal
coarctation with renal artery hypoplasia and hyper-
tension associated with rheumatoid arthritis in a
girl of 13 years.
Case report
A girl, aged 13 years was admitted on 17 April

1967 with a history of swelling of her joints of 3
years' duration, headache and effort dyspnoea of
1 years' duration.
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On examination, she was well nourished but
mildly anaemic. There was low grade fever during
her stay in hospital. No lymph glands were palpable.
Clinically, her heart was not enlarged nor were
there any murmurs heard. The blood pressure in
her upper limbs was 240/140 mmHg and in her lower
200/140 mmHg. Pulsations in all her peripheral
arteries were equal, normal and there was no delay.
A systolic murmur was heard over the abdomen
anteriorly and in relation to her lumbar spine
posteriorly. It was more pronounced on the right
side. No collaterals were seen or felt. The lungs were
clear. The spleen, liver and the kidneys were not
palpable, nor were there any palpable lumps. The
elbow joint was swollen, warm, tender and ankylosed
at 45°. The right ankle joint was tender. There was
spindling of the interphalangeal joints. No rheuma-
toid nodules were seen. Examination of the ocular
fundi revealed a Grade I retinopathy.

Investigations: Hb 8-6 g %, PCV 35%, WBC
12,000 cells/mm3, 58% neutrophils, 28% lympho-
cytes, 12% eosinophils and 2% mononuclear cells.
Serum bilirubin 0-2 mg %, zinc sulphate turbidity
10 units, thymol turbidity 2 units, thymol floccula-
tion nil, alkaline phosphatase 18-5 KA units.
Total proteins were 7-2 g% and the A/G ratio was
1-01, albumin 48-9%, alpha-1 globulins 5-6%,
alpha-2 globulins 14-2%, beta-globulins 8-5% and
gamma-globulins 22-8%. Anti-streptolysin '0' titre
300 units. LE cells and latex flocculation tests negative,
blood urea 20 mg/100 ml, serum sodium 130 potas-
sium 4-7 mEq/l. Urianalysis was unremarkable
ECG: sinus rhythm, LVH. X-ray: cardiothoracic
ratio of 11/20.5 and a slightly enlarged and widened
ascending aorta. There was no evidence of calcifica-
tion. On fluoroscopy, there was no appreciable
chamber enlargement. X-ray of the joints showed
moderate rarefaction of both hands and elbow
joints. IVP: satisfactory concentration of dye in both
kidneys. The renal contour was smooth and there
was no evidence of cortical scarring. The renal
shadow was enlarged and the pelvicalyceal pattern
was normal with slightly increased density of pelvi-
calyceal system on the left side. Transfemoral
aortogram showed coarctation of the abdominal
aorta just above the renal arteries (Fig. 1). The
rest of the aorta and the great vessels were normal.
The renal arteries appeared normal and there was
no accessory vessels seen.

Operation
(Mr A. T. S. Paul). At the operation there was a

coarctation of the abdominal aorta at the level of
the renal arteries and involving the right renal
artery. A systolic thrill was felt over the aorta; there
was adequate blood flow and pulsation of the aorta
distal to the coarctation. The right renal artery

FIG. 1. Transfemoral aortogram to show the coarctation
of the abdominal aorta just above the renal arteries.

FIG. 2. Diagram showing findings at operation. Coarcta-
tion of the abdominal aorta at the level of the renal
arteries with hypoplastic right renal artery and small
right kidney.
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supplying a small kidney was hypoplastic and there
was hardly any flow through it. The left renal artery
has good pulsations and was not explored. There
were no accessory vessels to the kidneys. As the
right renal artery was too slender to graft, right
nephrectomy was performed, but not resection of the
coarctation. Post-operatively the patient made an
uneventful recovery. The blood pressure dropped
to 160/100 mmHg soon after the operation and
remained at this level for 3 days but gradually rose
to 160/120 mmHg by 19 October 1967. She was
given guanethidine 10 mg daily from 27 October
1967 and her pressure was maintained at 150/100
mmHg.

Histology: The renal artery showed no inflam-
matory changes. The glomeruli and tubules were
normal but an occasional atrophic glomerulus was
seen and there was medial hypertrophy of the
arteries.

Discussion
Kondo et al. (1950) described a case of true con-

genital coarctation of the abdominal aorta in a 12-
year-old girl with hypertensive heart failure. One
of the cases described by Bahnson, Cooley &
Sloan (1949) appear to be of this type. Sen and his
colleagues (1963) in their series of sixteen cases
described under the heading of 'middle aortic
syndrome', observed only four cases which they
could call congenital. These included both supra-
and infradiaphragmatic lesions.
As stated earlier, occlusive disease of the aorta

may be due to one of several pathological processes
and the clinical picture may closely simulate that
due to the congenital lesion. Besides arteriosclerosis,
Takayasu's arteritis may involve the aorta. In this
condition the thoracic aorta is involved together
with the proximal segments of its large branches by
a stenosing inflammatory process. The abdominal
aorta and its branches are rarely affected inde-
pendently of the rest of the arterial tree.

Danaraj & Wong (1959) reported two fatal cases of
primary arteritis ofthe abdominal aorta histologically
resembling Takayasu's arteritis, where there was
bilateral renal artery stenosis and hypertension.
Subsequently, Danaraj and his colleagues (1963)
described nine cases of primary arteritis of the aorta
and in three of them the hypertension was estab-
lished at necropsy as due to renal ischaemia con-
sequent to stenosis of the orifices of one or both
renal arteries. The clinical presentation in their
series was of cardiac failure, encephalopathy of
cerebral haemorrhage due to hypertension. In the
series described by Sen et al. (1963) the presenting
symptomatology was due to the hypertension,
namely, cardiac failure, intracranial haemorrhage

or headache or to occlusion of the aorta giving rise to
intermittent claudication, abdominal angina and
weak or absent pulses at the extremities. They were
seen as in the cases described by Danaraj et al. (1963)
in children and young female adults.
Choa, Rassim & Wong (1963) described a case of

thrombotic vascular disease of the abdominal aorta,
the renal arteries and the subclavian artery in a young
Chinese woman with malignant hypertension.

In this case no histopathological study of the
aorta has been possible. The entire renal artery was
hypopla'itic and its histology showed no inflammatory
changes. Congenital coarctation is usually of the
abrupt type giving rise to a localized stenosis as in
our case and in those described by others (Kondo
et al., 1950; Bahnson et al., 1949). Hence it is
reasonable to assume that the obliterative lesion in
our case is congenital. The associated arthritis was
probably incidental and was of the rheumatoid
type clinically, although there is no serological
evidence of its rheumatoid aetiology. Stenotic
lesions due to acquired causes give rise to an elon-
gated narrowing, especially so when they occur in
the mid-thoracic aorta. However, Milloy & Fell
(1959) described such a case of congenital coarcta-
tion involving the mid-thoracic aorta. Maycock
(1937) suggested that congenital coarctation of the
thoracic and abdominal aorta might be due to
changes involving an unequal fusion of two dorsal
aortas with obliteration and loss of one of them.

Patients with abdominal coarctation usually
present with hypertension or its sequelae, inter-
mittent claudication and absent or weak pulsations
in the lower extremities. The only useful sign
referable to the site of the coarctation is the presence
of a bruit heard on the dorsum or anteriorly over the
abdominal wall as in our case. Our patient presented
with headache and effort dyspnoea. She had no
intermittent claudication and her pulses were normal,
equal and without delay in her lower extremities.
In this patient in addition to the coarctation, the
right renal artery was hypoplastic with greatly
diminished flow through it.

Acknowledgments
We are indebted to Professor K. Rajasuriya for his help

in many ways, to Dr W. L. S. Candappa who referred the
case to us, to Dr Cuda Wijeyeratne for his advice in the
preparation of this paper and to the Superintendent of
Health Services, Kegalle for permission to publish.

References
BAHNSON, H.T., COOLEY, R N. & SLOAN, R.D. (1949)

Coarctation of the aorta at unusual sites. American
Heart Journal, 38, 905.

CHOA, G.H., RASSIM, H.S. & WONG, W.L. (1963) Thrombo-
obliterative vascular disease of early onset and long
duration. British Heart Journal, 25, 814.

copyright.
 on M

ay 17, 2023 by guest. P
rotected by

http://pm
j.bm

j.com
/

P
ostgrad M

ed J: first published as 10.1136/pgm
j.46.539.581 on 1 S

eptem
ber 1970. D

ow
nloaded from

 

http://pmj.bmj.com/


584 Case reports

DANARAJ, T.J. & WONG, H.O. (1959) Primary arteritis of
the abdominal aorta in children causing bilateral stenosis
of the renal arteries and hypertension. Circulation, 20,
856.

DANARAJ, T.J., WONG, H.O. & THOMAS, M.A. (1963)
Primary arteritis of the aorta causing renal artery stenosis
and hypertension. British Heart Journal, 25, 153.

KONDO, B., WINDSOR, T., RAULSTON, B.O. & KUROIWA, D.
(1950) Congenital coarctation of the abdominal aorta. A

theoretically reversible type of cardiac disease. American
Heart Journal, 39, 306.

MAYCOCK, W.D'A. (1937) Congenital stenosis of the abdo-
minal aorta. American Heart Journal, 13, 633.

MILLOY, F., & FELL, E.H. (1959) Elongate coarctation of the
aorta. Archives of Surgery, 78, 759.

SEN, P.K., KINARE, S.G., ENGINEER, S.D. & PARULKAR, G.B
(1963) The middle aortic syndrome. British Heart Journal,
25, 610.

A case of self-poisoning with Carbrital

JOHN COLLINS
B.D.S., M.B., M.R.C.P.

Registrar in Clinical Toxicology and Intensive Care, Guy's Hospital,
London, S.E.1

Case Report
A 67 year-old woman was admitted one-and-a-half

hours after taking 50 capsules of Carbrital, each
containing pentobarbitone sodium 100 mg and
carbromal 250 mg.
On admission she was comatose and areflexic

except for the preservation of the cough reflex.
The pulse was 72/minute, sinus rhythm and tlood
pressure 90/50 mmHg. There were no signs of cardiac
or peripheral circulatory failure at this time.

In the accident and emergency department
gastric lavage was performed with a wide-bore
tube. An intravenous infusion was set up with 1/6
molar sodium lactate solution and frusemide 20 mg
was given intravenously. The patient was then
transferred to the Medical Intensive Care Unit for
further treatment.

First 24 hr
For the first 24 hr after admission an alkaline

diuresis was produced using alternate 540 ml
bottles of 1/6 molar sodium lactate solution and 5%
dextrose solution. Potassium chloride 0-75 g.
(10 mEq.) was added to alternate bottles and the
diuresis was maintained by intermittent intravenous
frusemide, 380 mg being administered in 24 hr.
In addition the patient was given hydrocortisone
100 mg intramuscularly 4-hourly and 35% oxygen
by Ventimask.
A chest X-ray taken during this period showed a

vaguely outlined radio-opaque mass in the left
hypochondrium. It was suggested that this could
possibly be the ingested capsules; subsequent
events lent support to this suggestion.
Throughout this period the blood pressure never

rose above 95/60 mmHg and the rectal temperature
was consistently below 94°F at one point. The
patient remained deeply comatose but the cough
reflex was preserved.

Second 24 hr
It was decided to abandon the alkaline diuresis and

the intravenous infusion was continued at a slower
rate with alternating bottles of normal saline and 5%
dextrose with similar quantities of potassium chloride
in alternate bottles.

After 40 hr spontaneous respiration ceased and
the patient developed atrial fibrillation. An endo-
tracheal tube was passed and respirations were
maintained using an East Radcliffe Positive Pressure
Ventilator. Following this the patient reverted to
sinus rhythm spontaneously.
46 hr after admission the patient suffered a

cardiac arrest but was restored to sinus rhythm
after a brief period of external cardiac massage
and one DC countershock of 100 Joules.

After 48 hr
Following this episode of cardiac arrest no

further cardiac dysrhythmias were noted and the
level of consciousness slowly rose. At 74 hr the endo-
tracheal tube was removed and spontaneous respira-
tion was restored. 90 hr after admission the patient
was sufficiently conscious to answer simple questions
coherently and was then transferred to a general
medical ward. The patient was referred to a Con-
sultant Psychiatrist and was discharged 24 days after
admission to receive outpatient treatment for
depression.

Findings
In the first 24-hr 11,200 ml of fluid were adminis-

tered by intravenous infusion and 11 litres of urine
were produced. The pH of each 500 ml collected was
shown to be greater than 8.

During this period the plasma potassium was
consistently low reaching 2-3 mEq/l at one point.
The plasma bicarbonate (auto-analyser) was raised
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