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Abstract

Spontaneous intracystic hemorrhage rarely occurs in nonparasitic hepatic cysts. We
describe a patient with spontaneous intracystic hemorrhage of a large simple hepatic cyst that
mimicked a malignancy. A 59-year-old man presented with right abdominal discomfort. The
patient’s medical history included a simple hepatic cyst that had been detected 7 years earlier
but was left untreated. Three weeks before presentation, right upper abdominal pain occurred
but resolved spontaneously. The serum CA19-9 concentration was 48.3 U/mL (normal<37 U/
mL). Ultrasonography revealed a large cystic mass, containing many hyperechoic structures
and occupying nearly the entire right hepatic lobe. Computed tomography demonstrated a
homogenous low-density area, 20 cm in diameter, in the right hepatic lobe. Magnetic resonance
imaging revealed a heterogeneous hypointense lesion measuring 20 cm in diameter. The
lesions showed linear hyperintense areas on T1l-weighted sequences and mosaic heterogeneous
hyperintensity on T2-weighted sequences. We suspected a hemorrhagic simple hepatic cyst,
hydatid cyst, or hemorrhagic cystadenocarcinoma. Right hepatectomy was performed, and the
enlarged right lobe was removed. The mass was soft, sponge-like, and contained fluid, but was
not elevated. Pathologic examination of the surgical specimen confirmed the presence of a
hemorrhagic benign hepatic cyst.
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a large simple hepatic cyst that mimicked a

Introduction

Most nonparasitic hepatic cysts are asymptomatic
and are found incidentally. Spontaneous intracystic
hemorrhage rarely occurs in nonparasitic hepatic
cysts™. Occasionally, intracystic hemorrhage and
cystadenocarcinoma of the liver cannot be reliably
differentiated on imaging studies. Hepatectomy is
usually performed in this situation®’. We describe a

patient with spontaneous intracystic hemorrhage of

malignancy.

Case Report

A 59-year-old man presented with right abdominal
discomfort. The patient’s medical history included a
simple hepatic cyst that had been detected 7 years
earlier but was left untreated. Three weeks before
presentation, right upper abdominal pain occurred
initial

but resolved spontaneously. Results of
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Fig. 1 Ultrasonography revealed a large cystic
mass containing many hyperechoic structures
and occupying nearly the entire right
hepatic lobe.

Fig. 2 CT demonstrated a homogenous low-density
area, 20 cm in diameter, in the right hepatic
lobe. However, the structures detected on
ultrasonography were not clearly visualized,
even with enhanced CT.

laboratory tests were as follows: serum asparatate
aminotransferase, 21 IU/L (normal, <28 IU/L); serum
alanine aminotransferase, 10 IU/L (normal, <33 IU/
L); serum alkaline phosphatase, 408 IU/L (normal 66
to 220 IU/L); serum lactic dehydrogenase, 210 IU/L
(normal, 180 to 460 IU/L); serum gamma glutamic
transpeptidase, 324 IU/L (normal, 8 to 39 IU/L)
serum C-reactive protein, 1.79 mg/dL (normal, <0.3
mg/dL); white blood cell count, 5500 /uL (normal,
4,000 to 8,000 /uL); red blood cell count, 422 x 10" /
puL (normal, 410 to 550 X% 10* /uL) and serum
hemoglobin concentration, 13.2 g/dL (normal, 14 to
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Fig. 3 MRI revealed a heterogeneous hypointense
lesion 20 cm in diameter with linear
hyperintense areas on T1-weighted sequences
(a) and mosaic heterogeneous hyperintensity
on T2-weighted sequences (b).

18 g/dL). The
carcinoembryonic antigen was 1.0 ng/mL (normal <
25 ng/mL), that of CA19-9 was 48.3 u/mL (normal <
37), and that of AFP was 5.6 ng/mL (normal <10).

Ultrasonography revealed a large cystic mass,

serum concentration of

containing many hyperechoic structures and
occupying nearly the entire right hepatic lobe (Fig.
1). Computed tomography (CT) demonstrated a
homogenous low-density area, 20 cm in diameter, in
the right hepatic lobe. However, the structures
detected on ultrasonography were not clearly
visualized, even with enhanced CT (Fig. 2). Magnetic
resonance imaging (MRI) revealed a heterogeneous
hypointense lesion 20 cm in diameter with linear
hyperintense areas on Tl-weighted sequences and
mosaic  heterogeneous hyperintensity on T 2-
weighted sequences (Fig. 3). We suspected a
hemorrhagic simple hepatic cyst, hydatid cyst, or
hemorrhagic cystadenocarcinoma.

Right hepatectomy was performed, and the
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Fig. 4 The mass was soft, sponge-like, and
contained fluid but was not elevated.

enlarged right lobe was removed. The mass was
soft, sponge-like, and contained fluid, but was not
elevated (Fig. 4). Pathologic examination of the
surgical specimen confirmed the presence of a
hemorrhagic benign hepatic cyst. The postoperative
course was uneventful, and the patient was

discharged 8 days after the operation.

Discussion

Most hepatic cysts are asymptomatic, but such
complications as obstructive jaundice’, rupture®,

1 and intracystic hemorrhage can occur'™.

infection
The prevalence of congenital hepatic cysts in the
general population is reported to be 2% to 4%
Gaviser” reported that the wall of a hepatic cyst
consists of three layers: an inner layer of loose
connective tissue lined with cylindrical or cuboidal
epithelium, a middle layer of compact connective
tissue containing blood vessels, and an outer layer of
loose connective tissue with large blood vessels, bile
ducts, and occasional von Meyenburg complexes.
The epithelial lining may undergo necrosis and
sloughing if the intracystic pressure becomes too
high. Injury to fragile blood vessels in the cyst wall
may thus have been responsible for the intracystic
hemorrhage in our patient.

Treatment recommendations for symptomatic

16 and the injection of

hepatic cysts include surgery
a sclerosing agent into the cyst”™. The clinical
presentation of spontaneous intracystic hemorrhage
usually begins with severe abdominal pain of sudden

onset and is followed by a gradual decline in pain
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and healing with conservative therapy'*.

Differentiating between hepatobiliary cystic
neoplasms and simple hepatic cysts complicated by
intracystic hemorrhage is often difficult on the basis
of clinical and radiological features because both
lesions have intracystic structures®. However, some
diagnostic techniques can be used to differentiate
hemorrhagic hepatic cysts and cystic neoplasms***
Cytologic examination of cystic fluid obtained by
aspiration under ultrasonographic guidance may
provide important information for distinguishing
malignant from benign lesions’. However, a benign
lesion cannot be completely differentiated from
malignant disease that lacks characteristic features
of malignancy. Furthermore, aspiration of a cystic
lesion may lead to tumor spread or to cyst rupture
or bleeding. Ultrasonography and CT may show
abnormal findings that mimic those of other
conditions". Vilgrain et al® have reported MRI
findings in patients with intracystic hemorrhage as
confirmed by surgery or percutaneous aspiration
and have suggested that hyperintensity on Tl-and
T 2-weighted MRI sequences may help to
differentiate intracystic hemorrhage from other
cystic lesions. On TIl-weighted images, the signal
intensity of fluid changes from low to high as the
protein concentration increases. In our patient, the
cyst showed heterogeneous hypointensity with
linear hyperintense areas on T1l-weighted sequences
and mosaic heterogeneous hyperintensity on T2-
weighted sequences. The signal intensity of
hemorrhage decreases when clots are liquefied”. In
the present case, right upper abdominal pain
developed 3 weeks before presentation, and MRI
was performed 4 weeks after presentation.
Hemorrhage of the hepatic cyst might have
occurred 7 weeks before MRI. Clots might have
liquefied for 7 weeks.

Levels of CA199 are high in the cystic fluid
because epithelial cells in the cyst wall express
CA19-9”. Measuring concentrations of CA19-9 in
serum and in the cyst fluid may help to distinguish a
hemorrhagic simple cyst from a cystadenoma or
cystadenocarcinoma***. Serum levels of CA199 in
patients with cystic neoplasms are abnormally high,

whereas serum CA19-9 levels in patients with simple
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hemorrhagic cyst are within the normal range®.

However, in our patient, the serum CA19-9 level

(48.3 u/mL) was slightly elevated. The presence of

intracystic structures made it difficult to distinguish

between a hepatobiliary cystic neoplasm and a

hemorrhagic simple hepatic cyst. Surgery cannot be

avoided in patients with suspected malignancy™'.
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