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Abstract
Hepatobiliary cystadenomas are rare benign neoplasms occurring predominantly in
females. Although they bear good prognosis, they carry risks of recurrence and
malignant transformation. We hereby present a case of this rare neoplasm which
recurred.
Introduction
epatobiliary cystadenomas are rare
cystic neoplasms of the liver that are
derived from biliary epithelium. First case
was reported by Keen in 1892. Till date,
around 200 cases are reported in
literature.1

H

attached liver wedge at one pole and gall bladder.
Grossly, the cyst measuring 14 x 10 x 10cms was
partly collapsed, thick walled, multiloculated with
smooth outer and inner surface. Locules contained
brownish mucoid fluid. Liver fragment and gall
bladder were unremarkable.

Case Report
A 62 year old non hypertensive non diabetic
female presented with 1 month duration of anorexia,
nausea, vomiting and loose motions. She had a past
history of being operated elsewhere for liver cyst 1 &
½ year back which recurred after 6 months. Details
were not available. On examination, a lump was
noted in right upper quadrant which was non tender,
firm, smooth surfaced & with rounded borders.
Clinical diagnosis of recurrent liver cyst
?Cystadenoma ?Hydatid cyst was made.
Ultrasonography and CT scan were reported as a
recurrent complex cyst measuring 17 x 14 x 13, most
probably hydatid cyst involving left lobe of liver. Her
blood investigations showed total leucocyte count of
20300 (N-90/L-6/M-4), total bilirubin - 2.1 mg/dl,
SGPT - 273 IU/ml, SGOT - 201 IU/ml, LDH 702 IU/ml and CA 19-9 - 75.35 IU/ml. Serum CEA
and AFP were within normal limits. She was treated
with albendazole and hepatic resection was planned.
Intraoperatively, cyst fluid was aspirated and sent for
analysis. Intracystic CA 19-9 was raised and was
around 73000 IU/ml.
We received a specimen of cystic mass with
*Ex Resident, ***Consultant Histopathologist, Dept.
of Histopathology, Bombay Hospital Institute of
Medical Sciences and Research Centre, 12 Marine
Lines, Mumbai 400 020. **Ex Resident, GSMC and
KEM Hospital, Parel, Mumbai 400 012.

Bombay Hospital Journal, Vol. 57, No. 3, 2015

Fig. 1: Gross specimen of hepatobiliary cystadenoma
showing multiple locules.
Microscopy revealed locules lined by mucin
secreting tall columnar cells resembling those lining
bile ducts, surrounded by ovarian like stroma
comprising spindly cells. No atypia or malignancy
was detected. Gall bladder showed features of
chronic cholecystitis and hepatic parenchyma was
unremarkable.

Fig. 2: Cyst lining showing tall columnar cells with
apical mucin, H & E stain, 100x
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Fig. 3: Ovarian-like mesenchymal stroma composed
of spindly cells, H & E, 400x
A diagnosis of recurrent mucinous cystadenoma
of the liver and chronic cholecystitis was made. The
patient did well post operatively and her laboratory
investigations done few days post operatively
revealed normalised parameters.

Discussion
Hepatobiliary cystadenomas are
predominantly located in right hepatic
lobe and 85% occur in extrahepatic biliary
tract. They measure anywhere from 2.5 cm
to 30 cms & can weigh till 6 kg.1 The cyst
lining can be mucinous or serous.
Mucinous cystadenomas are benign but
they have high tendency to recur and can
undergo malignant transformation. 2
Eighty to 85% cases show female
preponderance and peak age
group
affected is 30 - 50 yrs.2 It has been
postulated that these cysts originate from
ectopic rests of primitive foregut
sequestered within liver during embryonic
development or less frequently due to
obstruction of congenitally aberrant bile
duct. 3 The almost exclusive female
predominance suggests a strong hormonal
influence and the reports of this tumour
occurring in oral contraceptive users
suggests that these tumours are sensitive
to oestrogen and that oestrogen containing
oral contraceptives may serve as tumour
promoters.4
These neoplasms mainly arise from
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intrahepatic duct, and to a lesser extent
from the common bile duct, hepatic duct
and gall bladder. The cystadenomas are
usually asymptomatic and are often
incidentally discovered at physical
examination or imaging studies done for
some other indication. Larger lesions
present with symptoms of expanding
mass, as in our case. Unusual
presentations include obstructive
jaundice, splenomegaly, ascites, features
of portal venous compression and acute
abdomen due to intracystic haemorrhage,
torsion or rupture of cyst wall.5
Laboratory investigations usually
show normal liver function tests or mild
elevation could be noted in serum
bilirubin, ALP, SGOT and SGPT. CA 19 - 9
may be raised in some & CEA could be
normal to mildly elevated.1 Cyst fluid
analysis reveals intracystic elevation of CA
19 - 9, as was seen in our case.
Imaging studies may not be specific
and special attention should be paid in
differentiating cystadenoma from liver
hydatid cyst especially in countries with
high incidence since its imaging features
are similar to those of a cystadenoma, as in
our patient. Endoscopic retrograde
cholangiopancreatography can reveal
intraluminal filling defect and also has a
therapeutic value in decompressing biliary
system with obstruction.
Grossly, the cyst is multiloculated,
thick walled and it usually contains clear
mucinous fluid. Bloody fluid often signifies
a malignant component. Rarely, the fluid
within the cyst may be bilious, purulent,
proteinaceous or gelatinous. The septa
may show calcification. Histologically
cystadenomas can be divided into two
subgroups that are distinguished by
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presence or absence of mesenchymal
(ovarian like) stroma. Cystadenomas with
mesenchymal stroma (as in our case)
occur exclusively in women, while
cystadenomas without mesenchymal
stroma but with hyaline stroma arise in
both men and women4 and are more prone
to undergo malignant transformation and
have aggressive course.
On microscopy, the cyst lining reveals
tall columnar calls with apical mucin and
bland nuclei. Immunohistochemical tests
are rarely required and if done reveal
immunopositivity for CK, CEA and CA 199 in the epithelial component and for PgR
in the ovarian like stroma, respectively.
The differential diagnoses considered
are simple liver cyst, hydatid cyst,
cystadenocarcinoma and less commonly
cystic hamartomas, congenital cysts,
necrotic neoplasms and cystic metastasis.
Surgical treatment warranted in these
cases also help in ruling out
malignant transformation on
histopathology as cystadenoma cannot be
differentiated, preoperatively, from
cystadenocarcinoma.6
Improper treatment like percutaneous
drainage, marsupialisation or partial
excision is associated with a 50% local
recurrence rate and the risk of malignant
transformation over time. Thus, complete
resection is mandatory whenever
possible.7, 8, 9
Regular post-operative follow up is
indicated such that abdominal USG or CT
scan at 6 monthly interval for first postoperative year & then annually. Prognosis
is good in patients undergoing complete
surgical resection.
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Conclusion
Hepatobiliary cystadenomas are rare
benign neoplasms which are notorious for
recurrence. Hence complete surgical
resection and follow up is necessary. Since
they can undergo malignant
transformation, it is important to
extensively sample the specimen.
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