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reports of hepatic GIST in the literature, of which two underwent
hepatectomy and one radiofrequency ablation therapy.2-4
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Figure 3:

Immunohistochemistry showingtumor cells strongly
positive for CD117 and focally for SMA.

bundles and fascicles separated by fibrous septa at places.
Prominent cystic degeneration, areas of myxoid change and
necrosis were also found. On immunohistochemistry
(Figure 3) the tumor cells were strongly positive for CD117
and focally for SMA, but were negative for Hep-par 1 and
vimentin. She was started on imatinib, buthad to be stopped
due to its side effects. At 5-month follow-up, the patient is
doing well without any recurrence.
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Discussion
Gastrointestinal stromal tumorsare the most common
mesenchymal neoplasms of the GI tract. They are defined as
spindle cell, epithelioid or occasionally pleomorphic,
mesenchymaltumorsthat arise from the gastrointestinal tract
and usually express the KIT protein. Stomach (40–60%) and
small intestine (30–40%) are the most common sites of affliction.
The colon, rectum, oesophagus, appendix,1 and rarely the
mesentery and retroperitoneum are other sites of origin. Very

Hepatobiliary actinomycosis
masquerading as malignancy

few cases of hepatic GIST have been reported.Regardless of
where they occur, almost all GIST have the same biological

Introduction

behavior marked by expression of c-kit (CD117) protein.C-kit is
a transmembrane growth factor receptor with tyrosine kinase

Actinomyces are anaerobic gram positive filamentous bacteria

activity, which helps differentiate these tumors from other
mesenchymal tumors.Surgery is the best and only curative

known to cause chronic suppurative infections. The sites of
infection are classified as cervicofacial, thoracic and abdomino-

option. GIST rarely metastasize to the lymph nodes, so formal
lymphadenectomy is not necessary. There are only three case

pelvic and rarely the central nervous system. Actinomycosis
of the hepatobiliary system is rare and the clinical and
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radiological features often are confused with malignancy.1-4
We report here two cases of actinomycosis involving the liver

The patient underwent exploratory laparotomy which
showed a thick-walled shrunken gallbladder with adhesions to

and the gall bladder which mimicked malignant tumors at
presentation and the diagnosis of actinomycosis was

duodenum. The gallbladder and surrounding liver tissue was
hard on palpation. There was a cholecysto-colic fistula between

established by histopathology of resected specimens.

the gallbladder fundus and the transverse colon. There was an
area of focal thickening around the fistula site. These features

Case reports
Case1

were highly suggestive of a malignant etiology, hence a frozen
section was first sent from the gall bladder wall which showed
benign tissue. Hence the fistula was disconnected and the

A 50-year-old lady on regular treatment for diabetes, presented
with pain right hypochondriumsince 15 days.Prior to this the
pain had been mild and intermittent for a year and wasrelieved
by analgesics. There was no history of fever, vomiting, nausea,
jaundice, anorexia or weight loss. On physical examination,
she had mild tenderness in the right hypochondrium. She had
a history of abdominal surgery 30 years ago, through a right
subcostal incision, details of which were not available. Her
liver function tests were normal.
Ultrasound abdomenshoweda shrunken thick-walled
gallbladder with calculi and focal thickening near the fundus
with presence of pneumobilia. The common bile duct was
prominent with 9 mm size. A contrast-enhanced CT scan of the
abdomen confirmed the ultrasound findings and also showed
a focal hypodensity in the adjacent liver parenchyma
(Figure 1). There was also a suspicion of a cholecysto-colic
fistula in view of the pneumobilia and the transverse colon
appearingdensely adherent to the gall bladder fundus
(Figure 2).

Figure 2:

Post-contrast coronal image showing suspicious fistula
between gall bladder and hepatic flexure of the colon
(arrow) with pneumobilia

Figure 1:

Figure 3:

Micrograph of the gallbladder wall showing inflammatory
cell infiltrates with fibrosis, and a sulfur granule containing
tangled filamentous bacilli, characteristic of
Actinomycesspp. (hematoxylin andeosin, 400x)

Axial post-contrast portal venous phase image showing
a contracted gallbladder with thickened enhancing walls
(white arrow) and hypodensity in adjacent liver
parenchyma (black arrow)

255
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colon was sutured primarily.Cholecystectomy was completed
and the entire gallbladder was sent for a frozen section. There
was no malignancy reportedin the frozen section and hence a
radical resection was not performed.
On histopathology of the gallbladder, features of chronic
inflammation were seen with few sections showing
actinomycotic granules with filamentous bacteria surrounded
by inflammatory cells (Figure 3). There was no evidence of
any dysplasia or malignancy.The patient was discharged on
oral amoxicillin for six months.

Case 2
A 42-year-old gentleman presented withanorexia, low grade
fever and weight loss of 20kg over three months. He had no
previous medical or surgical history and had no addictions.

Figure 4:

Axial post-contrast arterial phase image showing a large
minimally enhancing mass in segments 8, 7 and 4A of the
liver (white arrows) with evidence of neovascularity (black
arrows)

Figure 5:

Venous phase image showing better delineation of the
lesion, which appears hypodense compared to the liver.
Splaying of hepatic veins seen around the lesion (arrows)

Ultrasound detected a solid hypoechoic lesion in the right
lobe of the liver.A contrast-enhanced CT scan showed during
thepost-contrast arterial phase,a large minimally enhancing
mass in segments 8, 7 and 4a of the liver with evidence of
neovascularity (Figure 4). The venous phase showed better
delineation of the lesion, which appearedhypodense as
compared to the liver (Figure 5). Splaying of hepatic veins
was seen around the lesion.In view of the above imaging
features, the possibility of hepatocellular carcinoma was
regarded.
Serum alpha fetoprotein level wasnormal. The patient
underwent a CT guided biopsy which showed only
inflammatory cells. CT volumetry suggested inadequate
remnant left lobe volume. Hence, right portal vein embolization
was performed along with transarterial chemoembolisation of
the tumour. A repeat CT scan after 4 weeks confirmed left lobe
hypertrophy and shrinkage of the lesion.
He underwent alaparotomy which showed a firm mass in
the right lobe of the liver with adhesions to the diaphragm.
There was no evidence of pus on aspiration of the lesion.
Though a frozen section examination done from the lesion
showed no evidence of malignancy, a formal right hepatectomy
was performed in view of the strong suspicion of hepatocellular
carcinoma. The post-operative course was uneventful. The
final histopathology showed actinomycotic involvement of the
liver.The patient received injection penicillin G for two weeks
and was then given oral amoxicillin for six months. He has
currently completed eight months follow-up and is symptomatic
with no new liver lesions confirmed by imaging.

Discussion
Primary actinomycosis involving the hepatobiliary system is
rare. Literaturere view reveals only sporadic case reports and
small case series. The predisposing factors include previous
upper abdominal surgery, perforation peritonitis and abdominal
wall trauma.2 Some studies have shown a higher risk of infection
following biliary and pancreatic stenting. 5,6 Hepatic
actinomycosis predominantly affects males in the age group
of 40 to 60 years.2-5 Although it was previously thought to be
more common in immunosuppressed patients, recent reviews
suggest that most patients are immunocompetent.2,4 The exact
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etiology cannot be found in most cases, but prior bowel surgery
may be associated.3 Radiological investigations most commonly
show a hypoechoic mass in the liver on ultrasound with cystic
areas. A CT scan may show heterogenous mass in the liver,

Giannopoulos D, Koskinas J, et al. Primary hepatic actinomycosis.
Am J Med Sci. 2010;339:362–5.
6. Acevedo F, Baudrand R, Letelier LM, Gaete P. Actinomycosis: a
great pretender. Case reports of unusual presentations and a
review of the literature. Int J Infect Dis. 2008;12:358–62.

which is solitary in about 2/3rd of cases. The mass commonly
shows peripheral enhancement with central hypodense areas
suggestive of necrosis.2-4 The mass is poorly demarcated from
the surrounding liver parenchyma indicating local invasion
mimicking a malignancy. Actinomycosis of the gall bladder is
an extremely rare condition and to our knowledge, there are
less than 30 reported cases in the literature. It usually occurs
after the age of 50 years with no obvious gender predilection.6
The most common symptom is pain in right upper quadrant of
abdomen. Some cases may also present as
acutecholecystitiswith pain, fever and tenderness. Ultrasound
findings in most cases include a thickened gallbladder with or
without features ofcholecystitis. Treatment with antibiotics is
as important as surgery since actinomycosis is prone to
recurrences. Penicillin G is the drug of choice and has to be
given over a prolonged period of 2 to 6 weeks followed by oral
amoxicillin or penicillin to be continued for 6 months to 1 year.
Doxycycline, minocycline, tetracycline, clindamycin,
erythromycin, and cephalosporinshave also been shown to be
effective.6
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Hirschsprung’s disease and BuddChiari syndrome: a rare association
Introduction
Hirschsprung’s disease (HD) is a congenital aganglionosis of
the submucosal and myenteric neural plexuses, principally
affecting the rectosigmoid area or varying length of the colon
starting from the rectum.1 Most cases manifest during the
neonatal period but in rare instances, the disease is first
diagnosed in adulthood.2 On the other hand Budd-Chiari
syndrome (BCS) or hepatic venous outflow obstruction (HVOO)
is often an acquired disorder resulting from obstruction to the
hepatic venous outflow at the level of hepatic veins or inferior
vena cava.3,4We present here a 15-year-old girl who had both
HD and BCS.To the best of our knowledge such an association
has never been reported in literature before. We postulate that
repeated enterocolitis due to HD might have produced a
hypercoagulable state leading to BCS in this child.

Case report
A 15-year-old girl presented with constipation and abdominal
distension since birth requiring enema every 2 to 3 weeks with
a history of delayed passage of meconium for 3 days. Her
abdominal distension used to get relieved completely after per
rectal enema therapy, which she has been receiving since
infancy. But for last 3 years the distension has persisted despite
per-rectal enemas. She was diagnosed to have ascites 3 years
back and treated withlarge volume paracentesis (LVP) and
diuretics (spironolactone) which decreased her abdominal
distension. There was no history of jaundice, encephalopathy
or hematemesis. She received antitubercular therapy for 9
months along with indigenous alternative medicines off and
on for the last 10 years for abdominal distension which did not
make any difference. Her elder sibling had similar problem of

