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A recurrent cyst hydatic abscess fistulised to the
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Brongiyal agaca fistiilize olan niiks kist hidatik absesi
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Abstract

Human cystic echinococcosis is a zoonosis transmitted by ingesting Ecchinococcus granulosus ova
eliminated from infected dogs. A 41-year-old man was admitted to the hospital with symptoms of
abdominal tenderness located in the epigastric region, fever and vomiting. .We diagnosed a
recurrent hydatic disaese and after admission to our hospital he began to cough with
greenyellowish colored sputum with abscess. Posteroanterior chest X-ray and right pleural US
revealed no fluid collection but right lower lung atelectasis and diaphragma elevation. With these
results we performed an operation for broncho-biliary fistula. He was discharged from the hospital
on the ninth postoperative day. Careful assessment and early treatment of septic complications are
essential in the successful treatment of this rare condition.
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Ozet

Ekinokoka bagli kist hidatik hastalig1 enfekte olmus kopeklerin diskisindan alinan echinocococcus
granulosus yumurtasinin sindirilmesi ile gecer. 41 yasinda bir erkek hasta epigastrik bélgede olan
hassasiyet, ates ve kusma ile hastanemize kabul edildi. Yapilan tetkikler sonucunda niiks kist
hidatik absesi teshisi konularak yatirilan hasta tedavi altinda iken abse igerigi olan sar1-yesil renkte
balgamli oksiirmeye bagladi. PA akciger grafisinde ve sag plevral US’de sivi saptanmadi ve sag
akciger alt lob atelektazisi ve diyafram elevasyonu tespit edildi. Bu bulgularla bronkobiliyer fistiil
tanisiyla hasta ameliyata alindi. Postoperatif dokuzuncu giinde hasta taburcu edildi. Bu nadir
goriilen durumun basarili tedavisi igin septik komplikasyonlarin dikkatli degerlendirme ve erken
tedavisi 6nem arz etmektedir.
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Introduction

Human cystic echinococcosis is a zoonosis transmitted by ingesting Ecchinococcus
granulosus ova eliminated from infected dogs. A broncho-biliary fistula (BBF) is defined
as an abnormal communication between the biliary system and the bronchial tree due to
trauma, hemihepatectomy and necrotic hepatic infections, such as hydatid disease [1-3].
Several factors participate in promoting intrathoracic evolution of hydatid cysts of the
hepatic dome.
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The intrathoracic negative pressure tends to aspirate the hepatic hydatid cyst.

2. The mechanical compression maintained by the cyst on the diaphragm results in
local ischemia, which can lead to muscle erosion.

Sepsis in the hepatic cyst can also contribute to muscle necrosis close to the cyst.
In the case of biliary fistulas, the caustic property of biliary secretions can lead to
chemical erosion of the diaphragm and the bronchi.
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For hydatid disease that fistulised to the thoracic cavity a classification had been
established by Mestiri and colleagues, which was improved by Dévé (Table 1) [4].
According to this classification our case was a type 1 bronchobiliary fistula. In this report,
we describe a case of bronchobiliary fistula in a man with recurrent hydatid disease
abscess that was treated via laparotomy.

Table 1. Classification established by Mestiri and colleagues, which improves on that
proposed by Dévé.

Type I: Direct fistulas in the bronchial tree

IA: Small bronchial fistulas

IB: Major bronchial fistulas

Type I1: Constitution of an intrapulmonary cavity
11A: Small bronchial fistulas

11B: Major bronchial fistulas

Type I11: Constitution of an intrapleural pouch
I11A: No bronchial fistulas

111B: With bronchial fistulas

IH1C: With pleuroparietal fistulas

Type 1V: Rupture in the pleural cavity

IVA: Acute rupture: hydatic and biliary empyema
I\VVB: Secondary pleural hydatidosis

Case report

A 41-year-old man was admitted to the hospital with symptoms of abdominal tenderness
located in the epigastric region, fever and vomiting. Ultrasonography (US) and abdominal
computerized tomography (CT) demonstrated a hydatid cyst recurrence at the dome of
the liver nearly 12x10 cm in size (Figure 1a) and abscess with air-fluid level (Figure 1b).
The patient underwent an operation for hydatic disease in another hospital 5 months ago.
After this operation because of the persistence of symptoms 3 months later, an
endoscopic retrograde cholangiopancreatography (ERCP) with sphinceterotomy and
puncture, aspiration, injection, and reaspiration (PAIR) was performed. Two months after
these efforts, the patient presented to our hospital with the symptoms as described above.
We hospitalised the patient and initiated systemic antibiotics. 2 days after admission he
began to cough with greenyellowish colored sputum with abscess. The temperature of the
patient was 38.1°C. No jaundice was detected, but there was mild tenderness in the right
quadrant. Laboratory studies revealed increased levels of alkaline phosphatase, bilirubin,
and white cell count.

Posteroanterior chest X-ray (Figure 2) and right pleural US revealed no fluid collection
but right lower lung atelectasis and diaphragma elevation. With these results we
performed an operation for BBF. The exploration findings was a cyst hydatid abceess
pouch that had germinative membrane in it and this membrane penetrated to the pleural
space (Figure 3). The cyst pouch was cleaned with scolocidal material and germinative
membrane was excised, the diaphragmatic defect was primary repaired with tube
thoracostomy.He was discharged from the hospital on the ninth postoperative day without
any complication.
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Figure l1a. Hydatid cyst recurrence at the dome of the liver nearly 12x10 cm in size and (b)
abscess with air-fluid level.

Figure 2. Posteroanterior chest X-ray revealing right lower lung atelectasis and diaphragma
elevation.

Figure 3. Peroperative findings of the cyst hydatid abceess pouch that had germinative
membrane in it and this membrane had penetrated to the pleural space.

Discussion

Hydatid disease is endemic in Turkey, with high rates of infection (1/20.000-1/50.000)
[1] one of the main complications of the hydatid cyst of the dome of the liver is its
rupture into the bronchial tree [3, 5]. This occurs due to a combination of pressure erosion
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from an expanding hydatid cyst to the diaphragm and the destructive effect of
superimposed infection. If enough adhesions precede the erosion, the cyst will rupture
into the pulmonary parenchyma causing pneumonitis and BBF [3, 6]

In many series, bronchography is not considered to be a useful diagnostic tool; we also
didn’t perform it to our patient. Today there are less invasive methods such as CT scan,
ultrasonography and nuclear imaging that turned to be very important diagnostic tools [7,
8]. Management has traditionally been surgical resection, but recently embolization of the
fistula [9] and stent placement to relieve common bile duct obstruction have been
described [10]. Surgery still remains the treatment of choice in case of echinococcosis
[11, 12]. BBF is a complicated surgical problem because it is characterised by a complex
of pathological lesions involving organs in continuity in the thoracic and abdominal
cavities as well as the interposed diaphragm. The characteristics of the primary cystic
lesions, the site and seriousness of diaphragmatic and pulmonary secondaries, and the
frequency of biliary complications affect our surgical approach to BBF [13].

Many authors are in favour of a transpleural approach. It gives a good exposure and the
lung complications can be treated. If abdominal complications occur the incision can be
extended to the abdomen or a separate abdominal incision made [14].

We do not agree with this opinion. Any radical treatment of the cyst attempted via
standard thoracotomy is unsafe because of lack of control of the hepatic pedicle, inferior
vena cava, and hepatic veins, and results in serious intraoperative risks. In our case we
performed a surgical approach via laparotomy that would be less morbid for the patient.
The BBF was type 1 according to Dévé’s classification and after the disconnection of the
fistula we thought that the patient would benefit from this intervention.

Thoracoabdominal incision is rarely reported in the literature because it is thought to
cause increased morbidity [15]. Thoracoabdominal approach (TA) provides a view of the
entire complex of the BBF. The section of the diaphragm provides simultaneous control
of both the diaphragmatic surfaces and facilitates the blunt dissection of the diaphragm
adhering to the cyst and to the lung. TA gives good access to the hepatic pedicle and to
the biliary tract, enabling haemostatic manouvres, intra-operative cholangiography and
any required surgical procedure on the biliary tract. Since 1990 thoracic portion of TA
has been performed among the fifth or seventh intercostal space because it provides better
access to the principal and segmental hila of the right inferior lobe of the lung. The choice
of the route of access and the surgical technique should not depend on the surgeon’s
preference, but rather be tailored to the requirements posed by the site, nature, and extent
of disease.

A risk of delaying treatment is rupture of the lung cyst with widespread pulmonary
soiling and acute respiratory failure. Careful assessment and early treatment of septic
complications are essential in successfully treating this rare condition.
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