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changes of pregnancy are undoubtedly-
responsible, the local phenomena require
explanation. King9 suggested that
engorgement of blood vessels causes tumour
expansion, while Weyand'0 proposed that it
is due to an increase in intracellular fluid
supporting this hypothesis with two cases
explored during pregnancy which appeared
histologically to have "foamy and swollen"
cytoplasm. We feel that the features of this
case partly support Weyand's theory, the
enlarged cells and swollen matrix implying
an increase in both intracellular and extra-
cellular fluid.
The differential diagnosis of intracranial

tumours presenting in pregnancy must
include arteriovenous malformations and
eclampsia." We have found one other
report of an intracranial chondroma
presenting in pregnancy; a patient with a
three month history of seizures and a hemi-
paresis commencing in the third trimester.'2
The recurring nature of this patient's symp-
toms in two of her pregnancies is of some
interest; this phenomenon was also
described by Bickerstaff who reported two
patients with meningiomata, both of whom
had symptoms in successive pregnancies."3
Progressive or recurring neurological symp-
toms in pregnancy are considered possible
manifestations of an intracranial tumour
but it should also be recognised that rapid
progress may be the result ofpregnancy, not
of malignancy.
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Recurrence of Cushing's disease due to corti-
cotrophe hyperplasia following trans-
sphenoidal hypophysectomy

Sir: Over the last 15 years the treatment of
pituitary-dependent Cushing's syndrome
has changed, in many centres, from bilateral
adrenalectomy to total hypophysectomy,
partial hypophysectomy, or selective ade-
nomectomy, performed by the trans-
sphenoidal route.' 2 Most results have been
encouraging but Burch3 suggested that
recurrence is more likely if the pituitary his-
tology shows corticotrophe hyperplasia.
However, although it is recognised that
such cases may not be cured by radical
hypophysectomy4 there have been no
reports of late recurrence following an
apparently successful initial outcome. We
describe a patient with a radiologically
normal pituitary fossa, in whom pituitary-
dependent Cushing's syndrome due to corti-
cotrophe hyperplasia recurred 42 months
after apparently successful treatment by
radical transsphenoidal hypophysectomy.
A 32 year old woman presented with acne,

hirsutes, amenorrhoea, easy bruising,
truncal striae, weight gain and proximal
myopathy. Loss of diurnal plasma cortisol
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variation and increased 24 hour urinary
excretion of oxogenic steroids, which did
not suppress during the administration of
05 mg dexamethasone 6-hourly, confirmed
the diagnosis of Cushing's syndrome.
Further investigation showed a raised
plasma adrenocorticotrophic hormone
(ACTH) concentration (118 ng/l, normal
range (10-80), partial suppression of 24
hour urinary oxogenic steroid excretion by
2mg of dexamethasone 6-hourly
(132 ymol/24 hr to 84 pmol/24 h and
increased excretion of urinary oxogenic
steroids during the administration of 750mg
of metyrapone 4 hourly (134 pmol/24 h to
320 pmol/24 h. During insulin induced
hypoglycaemia the increment in plasma
cortisol concentration was subnormal and
the plasma growth hormone (GH) response
absent. Skull and chest radiographs, com-
puted tomography of the pituitary fossa and
abdomen and plasma electrolytes were nor-
mal. These data suggested a diagnosis of
pituitary-dependent Cushing's syndrome
and a radical transsphenoidal hypophy-
sectomy was performed by the trans-septal,
trans-ethmoidal route. At operation soft
material and tough tissue were seen, but as
no adenoma was identified, the pituitary
fossa was cleared, leaving 1-2mm of normal
tissue around the stump of the pituitary
stalk. Histology of the pituitary revealed
diffuse corticotrophe hyperplasia without
Crook's hyalinisation. Immunoperoxidase
staining for ACTH confirmed this diffuse
hyperplasia with nodular condensations of
positively stained cells. A discrete adenoma
was not seen.
The features of Cushing's -disease

resolved, regular menses returned, her
weight fell by 30kg and repeated 24 hour
urine collections for oxogenic and
oxosteroid excretion were normal. When
glucocorticoid replacement therapy was
tailed off her diurnal cortisol rhythm was
normal (0900 hours 500-600 nmol/l, 2400
hours < 240 nmol/1) and dynamic tests of
endocrine function showed that no replace-
ment therapy was required. She remained
well for 42 months, when she became hyper-
tensive with recurrence of hirsuties, acne
and truncal obesity. Relapse of Cushing's
disease was confirmed by an elevated 24
hour urinary free cortisol excretion
(1200 umol/24h, normal range 100-330), a
plasma cortisol of 662 nmol/l at 0900 hours
following the administration of 1 mg of dex-
amethasone at 2400 hours, and a plasma
ACTH concentration of 55 ng/l. Skull radio-
graphs, computed tomography of the pitu-
itary fossa and plasma electrolytes remained
normal and again there was no evidence for
an ectopic source of ACTH production.
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The interest of the case reported here is
the association of an unusual late recurrence
after radical hypophysectomy with early
recovery of the hypothalamo-pituitary-
adrenal axis and generalised corticotrophe
hyperplasia on immune staining. Possible
explanations for these observations are that
either the operative procedure was inade-
quate so that a partial rather than a radical
procedure was performed, or that the small
subgroup of patients with corticotrophe
hyperplasia are more likely to have disease
recurrence than those with a pituitary ade-
noma.

In our case the radical hypophysectomy
was performed in the standard manner by
an experienced surgeon who achieved good
visualisation of the pituitary during the
operation and remission was supported by
subsequent biochemical investigations. Fur-
thermore post-operative diabetes insipidus
occurred and subsequent morphological and
histological examination showed resection
of an almost complete pituitary gland with
generalised corticotrophe hyperplasia but
no adenoma. Neither the recovery of the
hypothalamo-pituitary-adrenal axis at 3
months or the absence of a need for replace-
ment therapy necessarily imply an inade-
quate surgical procedure, since recovery of
the axis by 3 months has been reported by
others and has not predicted recurrence in
patients followed up for 5-21 years.`
Thus, an alternative explanation for recur-
rence is that a generalised abnormality of
corticotrophes facilitated regrowth of the
cells remaining around the pituitary stalk.
Such an abnormality could be-due either to
a primary defect of pituitary cells, or sec-
ondary to stimulation by CRF,

While radical hypophysectomy has
proved an effective treatment for Cushing's
disease, this report questions whether
patients with generalised corticotrophe
hyperplasia may be expected to remain in
remission. In this small but significant sub-
group of Cushing's disease, careful longterm
follow-up is required to establish the efficacy
of radical hypophysectomy.
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Cysticercosis in the UK

Sir: Cysticercosis cellulosae (infestation with
the larval form of Taenia solium) in this
country is rare. Previous reports from this
region' - 3 have been of adults acquiring the
disease in other parts of the world and oth-
ers have been from Eastern Europe where it
has been prevalent.4 We report two cases of
cerebral cysticercosis recently seen in this
city.
A four year old British born Sikh child

presented in December 1984 with a ten day
history of focal seizures and post-ictal weak-
ness of the left leg. She had visited India for
a year at the age of two. Physical exam-

ination and routine laboratory investiga-
tions were normal. CT scan revealed a small
ring enhancing lesion with surrounding
oedema in the right parietal lobe close to the
midline. The diagnostic possibilities were of
abscess, tuberculoma or tumour. CT
directed stereotactic localisation and
excision was performed. Histology revealed
a chronic abscess with a thick fibrous wall,
scattered multinucleate giant cells, numer-

ous chronic inflammatory cells and
eosinophils and surrounding gliosis. The
appearances were suggestive of cysticercosis
and further sections fortuitously included
one through the larva revealing its classical
appearance with four suckers. Serological
assays, which became available later, were

Letters

felt to be diagnostic at a titre of 1:40 (tox-
acara serology was also positive). No
specific therapy was instituted; she has
remained well apart from a mild left sided
weakness.
The second case is a 28 year old English

schoolteacher who worked in Bhutan
between August 1984 and May 1985. In
August 1985 she had generalised con-
vulsions and haematemesis during treatment
for a tapeworm infestation, CT scan at that
time being normal. In January 1986 she had
severe headache and teichopsia for a week,
these symptoms disappearing after treat-
ment with Sanomigran. She had three fur-
ther grand mal seizures and three partial sei-
zures before presenting here in February
1986 when examination was normal. CT
scan showed multiple cerebral enhancing
lesions with surrounding oedema. Radio-
graphs of skull, pelvis and thighs did not
reveal abnormal calcification. Routine cere-
brospinal fluid (CSF) analysis, including
total protein estimation (0 30 g/1), was nor-
mal. Electrophoresis of concentrated CSF
proteins indicated a normal gamma globulin
percentage while isoelectric focussing of
serum and CSF proteins revealed abnormal
bands in the CSF alone. Cysticercosis
immunofluorescent antibody test was posi-
tive to a titre of 1:80 in serum and negative
in the CSF. Stereotactic localisation and
excision of a right frontal lesion was under-
taken. Histology confirmed the diagnosis,
again showing a cysticercus with hooklets.
She was treated with Praziquantel 50mgm
per kilogram per day for two weeks and with
phenytoin 300mgm nocte. Apart from one
fit she has remained well.

Infestation with the adult tapeworm is
rare in the United Kingdom and is relatively
asymptomatic. The larval form causes con-
cern because of the cerebral lesions. The
clinical diagnosis is based on the history,
physical findings and the origin of the
patient from an endemic area. Presentation
is most common between twenty and fifty
years of age but it may occur at any age, the
interval from infection to symptomatic
presentation ranging from several months to
thirty years.5-7 Cerebral manifestations are
reported to occur in 60-90% of cases.8
The symptoms of nervous system involve-

ment depend on the site and number of lar-
vae and the host reaction. Cysts may be sin-
gle or multiple and may be found within the
brain parenchyma, the ventricular system or
the subarachnoid space; there may be diffuse
"racemose" meningobasal cyst formation.9
A generalised acute cysticercus encephalitis
may present a difficult diagnostic problem
and histological examination may be vital to
differentiate between cysticercosis and the

P
rotected by copyright.

 on M
ay 22, 2023 by guest.

http://jnnp.bm
j.com

/
J N

eurol N
eurosurg P

sychiatry: first published as 10.1136/jnnp.50.8.1079 on 1 A
ugust 1987. D

ow
nloaded from

 

http://jnnp.bmj.com/

