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Introduction

The hydatid cyst (HC) continues to be an important 
health problem, particularly in developing and 
stockbreeding countries. The endemic areas in the 
world include Africa, the Middle East, South Africa, 
New Zealand, Australia, Southeastern Asia, and 
Turkey. In Turkey, the incidence of HC is 18-20 per 
100,000.1 

Human echinococcosis (cystic hydatid disease) 
is a zoonotic infection caused by a tapeworm of the 
genus Echinococcus. In humans, there are three 
forms of echinococcosis found, including E. granu-
losus, E. multilocularis, and E. vogeli. The most 
common of these three is E. granulosus, and its 
larval eggs are present in animal feces. When 
­ingested, these eggs finally hatch in the human gut. 
The larva then penetrates the intestinal wall and 
migrates either to the lungs or liver. They some-
times migrate to other organs, bone, or brain.2

HCs may involve all organs and tissues, but 
mainly the liver and lungs.2 The atypical localiza-
tion rate is 3.9% to 12.5%.1,3 Patients with HCs in 
the neck are extremely rare (less than 0.5%).3,4 

We examined a rare case of isolated HC located 
in the submandibular region that had fistulized in 
the oral cavity and eroded the mandible.

Case report

A 45 year-old female patient visited our clinic with 
complaints of a painless swelling in the right sub-
mandibular region that slowly expanded over 
5 months and a bad taste in her mouth that persisted 
for over 1 month. During a physical examination, a 
fixed, painless, hard mass, about 7×6×5 cm, with a 
smooth surface was palpable in the right subman-
dibular region. When the mass on the neck was 
pressed, some fluid appeared around the lower right 
molar tooth gingiva in the mouth. The cystic mass 
was found to be fistulized in the oral cavity. Com-
puted tomography (CT) of the neck revealed a mass 
consistent with a HC lesion, with dimensions of 
5.5×5×4 cm in the right submandibular region. The 
HC had caused erosion and thinning on the medial 
surface of the mandibular angle. It had indistinct 
borders, but it was located between the glands, and 
it displaced the submandibular gland caudally, and 
the gland had expanded (Figure 1). A fine needle 
aspiration biopsy was collected, and the material 
was stained with May-Grunwald-Giemsa and 
Papanicolaou stain. The smears showed fragments 
of hyaline, laminated cyst wall membrane, and 
parasites, consistent with echinococcus. An indi-
rect hemagglutinin test was positive. The imaging 

Submandibular hydatid cyst fistulized into the oral cavity 

G. Berkiten and I. Topaloglu

Okmeydanı Educational Hospital ENT Department, Sisli-IST

Key-words. Echinococcus, hydatid cyst, submandibular mass

Abstract. Submandibular hydatid cyst fistulized into the oral cavity. Hydatid cysts of the head and neck are rare, even in 
regions where echinococcal infestation is endemic. Although complications, like cyst rupture and infection, may occur, 
an external fistula is extremely rare. This study examined a case of hydatid cyst that had fistulized in the right sub
mandibular region of the oral cavity, which eroded the mandible.
Case report: A 45 year-old female patient visited our clinic with complaints of a discharge that left a bad taste in her 
mouth that persisted for 1 month and a painless swelling in the right submandibular region that had slowly expanded over 
the past 5 months. A physical examination revealed a cystic mass located in the right submandibular region that had 
­fistulized in the oral cavity. The results were consistent with a hydatid cyst. We performed submandibular gland exeresis 
and a marginal mandibulectomy to excise the hydatid cyst together with the fistulous tract.



252	 G. Berkiten et al.

The diagnosis of echinococcosis is primarily 
based on patient history, physical examination, 
radiological imaging modalities, serological tests, 
and fine needle aspiration.4 However, the clinical 
findings of HC are non-specific. Unruptured HCs 
in  the head and neck grow slowly and have no 
pathognomonic symptoms or signs. Some HCs may 
­exhibit clinical findings, depending on the size, 
location, and compression of the cyst; they can be 
associated with eosinophilia, weight loss, fever, 
neck retraction, or dysphagia. The clinical findings 
of perforated HC are variable and may exhibit 
symptoms, depending on the location of the perfo-
ration. In most cases, solid residues in the collapsed 
parasitic membrane cavity are the source of a recur-
rent infection.3 Serologic tests are used to detect 
HC, and they may also be used as a substitute 
for  more expensive radiological examinations to 
identify asymptomatic carriers, to monitor the 
prevalence of the disease, or to evaluate the patient 
response to treatment.5 Imaging techniques are 
reported to enlighten the diagnosis of HC. With 
ultrasonography, CT, and magnetic resonance 
imaging, the HC can typically be detected with 
well-defined borders, a thin-walled, distinct charac-
teristic uni- and multiloculated cystic appearance, 
and it may contain membranes.3 In addition, ultra-
sound and CT examinations can be useful for 

scans did not reveal any other lesion sites. Surgery 
was agreed upon, and we started a preoperative 
medication of 10 mg/kg albendazole. On day 4 of 
albendazole treatment, surgery was performed with 
a cervical and intraoral approach, under general an-
esthesia. We performed submandibular gland exer-
esis and a marginal mandibulectomy, where the 
cortex of mandible was partially excised. The HC 
had adhered to the submandibular gland, it had 
eroded the medial surface of the mandibular angle, 
and it was fistulized in the oral cavity. The HC was 
completely removed, together with the fistulous 
tract and the lower right molar tooth gingiva in the 
mouth. The histopathological analysis supported 
the diagnosis of a soft tissue HC (Figure 2). Postop-
eratively, 10 mg/kg of albendazole was continued 
for 2 months. The patient was followed-up for 
5 years, and no recurrence was observed.

Discussion

HC is a parasitic disease transmitted from animals 
to humans. It is caused by the larval forms of Echi-
nococcus, and it can lead to substantial morbidity 
and mortality.4

Figure 2

Figure 1
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demonstrating cystic masses by visualizing internal 
septa and daughter cysts.4 Fine needle aspiration bi-
opsy (FNAB) remains a controversial technique. 
The diagnostic use of FNAB has not generally been 
advised, due to its potential for precipitating acute 
anaphylaxis or spreading daughter cysts. Neverthe-
less, it has recently being used by many authors6,7 
with no complications. Typically, fragments of 
hyaline, and laminated, cyst wall membrane are 
characteristic features of HC that can be detected 
with FNAB; evidence of hooklets or scolices can 
confirm the ­diagnosis of a HC.6 In our patient, the 
diagnosis was also made with FNAB, and no 
complications were observed.

A HC of the neck should be considered in the 
differential diagnosis of any tumor-like, growing 
mass, or other congenital or acquired cystic lesion 
of neck.8 Similar to pulmonary and liver HCs, 
surgery is the principal treatment for this atypical 
localization.3-5,9,10 The purpose of surgery is to resect 
the cyst content, together with germinative mem-
brane and vesicles. The main problem with the HC 
is recurrence of the disease. Spillage of proto
scoleces during surgery can result in spread and 
implantation of echinococcus. Preoperative use of 
albendazole may prevent recurrence.10 Postopera-
tive use may also play a role in preventing recur-
rence, due to a possible contamination from the 
spilled contents of a perforated cyst. In order to 
prevent contamination after removing the cyst, the 
operation cavity is rinsed with 15% hypertonic 
sodium chloride.1,6,10 

Infection and cyst rupture in the biliary duct, 
gastrointestinal tract, bronchi, peritoneal cavity, 
and pleural cavity are among the primary complica-
tions of HC. Cyst rupture may cause spread of the 
agent to healthy organs. Trauma, coughing, or cyst 
expansion in size are factors that promote cyst 
rupture.11 Some authors recommend emergency 
surgical treatment in ruptured HC; others advocate 
initial treatment with albendazole, followed by sur-
gical treatment.12,13 Although cases of fistulization 
have been reported previously, they are observed 
very rarely.14,15 Our literature search did not reveal 
any case of an HC fistulized in the oral cavity. 

Although HCs of the head and neck are rare, a 
HC should be considered in the differential 
diagnosis of cystic masses of the neck, particularly 
in regions where the HC is endemic. 




