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An extremely rare presentation of hydatid cyst disease: hepatic artery
pseudoaneurysm bleeding and synchronous duodenal fistula
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To the Editor,

Echinococcosis is a zoonosis caused by the adult or
larval stages of tapeworms belonging to the genus
Echinococcus. The main organ involved is the liver!.
The most common complications of liver hydatid
cyst are infection and perforation into the biliary tree.
The perforation into the gastrointestinal tract is very
rare?. In this case report, we aim to present a patient
with liver hydatid cyst which is perforated into the
duodenum and caused an upper gastrointestinal
bleeding due to the ruptured hepatic artery
pdeudoaneurysm.

A 45-year-old male was admitted to the emergency
department with hematemesis, hematochezia, and
abdominal pain with a history of hydatid cyst disease
involving the liver and lungs. Hepatic resection and
pericystectomy was planned 8 months ago. However,
could not be performed due to COVID-19 pandemic
and the patient was still on 400 mg twice daily peroral
Andazole therapy.

On physical examination, blood pressure was 122/76
mmHg, heart rate 106 bpm and body temprature was
39°C. Tenderness was examined in the right upper
quadrant and the liver was palpable under the costal
margin. Laboratory findings were : haemoglobin 12.3
g/dl, leucocytes count 12.2x 103/uL,, platelets count
118x103/uL, total bilirubin 10 mg/dl, direct bilirubin

5.6 mg/dl, alkaline phosphatase 442 U/L , gama
glutamile  transferase 367  U/L,  alanine

aminotransferase:64U/L, aspartate aminotransferase
:62 U/L.

Figure 1. Unusual appearence of ulcer in the
duodenum: yellow membranes raising in the
middle of ulcer.

Figure 2. CT images: blood in the cyst in venous
phase ( left). Hepatic artery pseudoaneurysm in
arterial phase ( right)

Emergency endoscopy revealed an unusual ulcerated
lesion located on the duodenal bulb. Unusual and
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yellow membranes were observed in the middle of
the ulcer (Figure 1). Biphasic abdomen CT was
performed to verify the source of the bleeding. The
CT revealed a hydatid cyst cavity in right liver lobe
and hyperechogenic fluid resembling blood , which
was oozing from hepatic artery pseudoaneurysm
(Figure 2). The borders of cyst and duodenum were
not clearly separated and there was not soft tissue
between them. A air bubble was identified in the cyst

( Figure 3).

Figure 3. Air bubble in the cyst and suspected
duodenal fistula

CT combined with the endoscopic views, hepatic
artery pseudoaneurysm bleeding and spontaneous
fistulation into the duodenum was diagnosed.
Intrahepatic biliary ducts were dilatated due to the
pressure of cystic lesion on the common bile duct.
Hepatic artery coil embolization was performed by
interventional radiology department (Figure 4).
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Figure 4. Hepatic artery aneurysm bleeding: before
(left) and after ( right) coil embolization.

After the coil embolisation of the lesion, Charcot’s
cholangitis triad was observed. Along with antibiotic
therapy an urgent percutaneous transhepatic
cholangiography and biliary drainage catheter was
performed (Figure 5).
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Figure 5. Percutaneus transhepatic
cholangiography and biliary drainage catheter
placement.

After resolution of the septic condition and intensive
care unit follow-up, 10 fr 10 cm plastic stent insertion
was performed in common bile duct with ERCP.
Bilirubin level normalization was observed in the
third day of the procedure. On-set fever occurred
while the patient was under broad-spectrum
antibiotics administration on the 16th day of
hospitalization. On control CT a giant abscess was
seen in the upper part of the right liver lobe (Figure

Figure 6. Abscess in the right lobe of the liver

A large percutaneous drainage catheter was inserted
into the abscess cavity. The blockage of catheter has
occured due to an abundant amount of solid necrotic
materials. Thus, surgical treatment option was
concidered. Necrotic tissues were removed,
cholecystectomy, invasive duodenal repair were
performed and temporary jejunostomy tube was
placed. After being discharged, the patient is healthy
and observed through out patient check-ups.

The liver is the most frequently affected organ by
hydatid cyst. The right lobe is involved in 80% and
the left lobe in 20% of cases. Although multiple
lesions can be observed (up to 20-40%), the cyst
usually tends to be single. Its growth rate is on
average 1 to 5 mm per year. It may remain
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asymptomatic for years!. In our patient, the disease
was known for 7 years. Liver and lungs were affected.
The lesion in the liver was single and localized in the
right lobe.

Usually patients become symptomatic when
complications occur. Complications are separated
under two main categories: rupture and secondary
bacterial infection. Ruptures are divided into three
subtypes: contained, communicating and direct. The
first one represent endocyst rupture, which result
with fluid accumulation between the pericyst and
endocyst. Then endocyst collapses and forme the
typical waterlily sign. The most common type is
communication rupture, which connects cyst content
with the biliary tract. The least one, direct rupture, is
tearing the whole wall’s layers and opening the cyst
lesion into the peritoneal cavity, thoracic cavity,
mediastinum or hollow gastrointestinal organs®.

On the endoscopy of our patient a hemorrhagic
atypical ulcer with yellow membranes were observed
in the duodenum. The CT revealed loss of fatty layers
between the cystic lesion and the duodenal wall with
air bubble in the cyst. These findings were compatible
with rarely seen direct rupture and fistula formation
between cystic lesion and duodenum.

In the literature research, cases fistulated into the
duodenum, there is only one case presented with
hematemesis. The common presentations are
nausea, vomiting, fever, right upper quadrant pain,
hydatid emesis and hydatid diarrhea. In a single case,
melena  without additional hematemesis —was
described>®. On the other hand the main causes of
hematemesis in hydatid cyst disease are hemobilia
and esophageal variceal bleeding because of portal
vein obstruction”®. Our patient is unique because of
the clinical presentation with hematemesis related to
ruptured hepatic artery pseudoaneurism and
fistulation into the duodenum synchronously.

In the background of hydatid cyst disease hepatic
artery aneurysm can occur. Spontaneous formation
of the aneurysm is due to the intracystic inflaimmation
and infection which damages the arterial wall. The
treatment of aneurysm can be performed successfully
with the endovascular embolization method®.

Although hepatic abscess after hepatic artery
embolization is a rare entity, it can still occur with
incidence rate of 1.4%. The standard treatment
method is drainage with percutaneous inserted
catheter, but surgical intervention is also required in
14% of the cases!®. In our case, initial approach was
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also catheter drainage. But surgery decision was
considered after inadequete resolution of the abscess.

Hepatic artery aneurysm and cyst rupture should be
considered in patient with liver hydatid cyst disease,
presented with upper gastrointestinal bleeding. In
order to avoid morbidity and mortality, rapid
diagnosis and treatment should be done.
Multidisciplinary approach is mandatory to manage
such complicated hydatid cystic lesions.
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