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A Rare Case of Sublingual Gland Hydatid Cyst
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Background: Hydatid cyst is a zoonotic disease due to the infection with the larvae of 
Echinococcus granulosus. The liver and lungs (80%) are the main organs involved and rarely 
head and neck.

Case Presentation: A 47-year-old Iranian man presented to our center complaining of 
sublingual inflammation for 8 months. Sonography revealed a cystic lesion of 4×5×6 cm within 
the tongue. CT-scan showed a well-defined and hypodense mass in the floor of the mouth. 
Cyst resection was performed with the probability of ranula. Pathology was suggestive of 
hydatid cyst. Further workups revealed liver involvement. Therefore, he was treated with 
albendazole for 2 months.

Conclusion: The hydatid cyst in the head and neck is rare and the involvement of sublingual 
gland is extremely rare. However, in endemic areas, hydatid cyst should be considered in the 
differential diagnosis of head and neck masses.
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Introduction

chinococcosis is a zoonotic disease caused by 
the larval stage (hydatid cyst) of tapeworms. 
It is endemic in the Mediterranean, Middle 
East, Asia, South America, and Southeast Af-

rican countries [1]. The canines (dog, fox, and wolf) are 
its definite hosts, whereas human is an accidental host. 
Humans are affected by eating food and drinking water 
contaminated with the eggs or definite host stool [2, 
3]. The most common sites of the involvement are liver 
and lungs (80%) [2]. In endemic regions, 5-15% of all E
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Echinococcosis infections are associated with musculo-
skeletal and soft tissue involvement [4]. Early head and 
neck involvement even in endemic areas is very rare 
(1-2%) [2-4]. In addition, the sublingual involvement is 
extremely rare. We reported this form of hydatid cyst in 
the present case study.

Case Presentation

A 47-year-old man presented to our center complain-
ing of the inflammation in the mouth floor and sublin-
gual swelling lasted for about 8 months. Swelling has 
increased over the past 3 months. He had a mild pain in 
the sublingual area. He did not report any history of fe-
ver, chills, anorexia, and weight loss and also had no sig-
nificant past medical history and taking drugs. On physi-
cal examination, he had a clear swollen mouth without 
tenderness. The mass was soft with no evidence of in-
flammation and erythema. We obtained an aspiration, 
which revealed a colorless liquid. The cytology examina-
tion reported no clear diagnosis. Then, we performed 
sonography that showed a cystic lesion of 4×5×6 cm 
within the tongue with the probability of an epidermoid 
cyst. CT scan revealed a well-defined hypodense mass in 
the floor of the mouth (Figure 1).

Our patient underwent excision with a probable diag-
nosis of ranula. The macroscopic appearance of the le-
sion was a cyst with a thick and white oyster wall (Fig-
ure 2). The pathology test confirmed the hydatid cyst. 

We then performed a thoracoabdominopelvic CT scan 
with IV contrast, which showed a similar lesion in the 
right lobe of liver (Figure 3). No remarkable lesions were 
found in the lungs and chest. Laboratory studies found a 
positive hydatid IgG antibody as well as the negative IgM 
antibody. Eventually, he was treated with albendazole 
(400 mg) for two months and followed-up regularly.

Discussion

E. granulosus is the causative agent of the hydatid cyst. 
The life cycle of this parasite involves two hosts: the pri-
mary and the intermediary hosts. In the primary host 
(dog and other canines), the puberty or reproduction of 
parasite occurs, whereas in the intermediary host, the 
larval stage or reproduction of parasite is occurred [5]. 
An individual, who is infected by eating food or drinking 
water contaminated with matured eggs, is considered 
an accidental host [5]. After ingestion, the parasite per-
forates the wall of small intestine and moves to the liver 
and other organs through the bloodstream. The larvae 
may be trapped in capillaries of various organs in their 
pathways and cause inflammatory responses. Few of 
them can survive to form cysts with thick, slow-growing 
walls [5]. 

Other mechanisms for spreading are the systemic re-
lease through the lymph nodes and direct spread to-
adjacent sites [6]. Diagnosis of hydatid cyst before the 
operation is important, because the content of thee 

Figure 1. CT scan with IV contrast showing a sublingual well-de-
fined hypodense mass Figure 2. Macroscopic appearance of the cyst after surgery
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ruptured cyst may be released during the resection, 
and the risk of anaphylactic shock will increase [6]. The 
best diagnostic modalities are sonography, CT scan, 
Magnetic Resonance Imaging (MRI), serologic tests 
(Enzyme-Linked Immunosorbent Assay (ELISA), Casoni 
test, latex agglutination and direct hemagglutination, 
Fine Needle Aspiration (FNA), and histopathology [1]. 
Sonography is the primary and selective diagnostic mo-
dality, especially in the diagnosis of female cysts and 
hydatid cyst suspended parts [5-7].

CT scan and MRI clearly show the cyst wall defects and 
also complications, such as rupture and cyst infection. 
Asparagus and FNA report a transparent liquid with-
out malignant cells suggesting a benign cyst [6]. The 
hydatid cyst is usually asymptomatic. The presence of 
symptoms depends on the location, size and pressure 
to the adjacent tissues [1]. The most common sites of 
the hydatid cyst are liver and lungs. The involvement 
of head and neck is rare and involvement of the sub-
lingual glands is extremely rare [8, 9].

In 2008, another case was reported in India who was 
a 23-year-old man with swelling in the midline of the 
sublingual region. The appearance of hydatid cyst was 
similar to our patient, i.e. a soft mass without tender-
ness and inflammatory symptoms. The clinicians per-
formed a surgical procedure with a possible diagnosis 
of ranula and dermoid cyst. Pathology examination 
showed hydatid cyst [5]. In addition, rare cases have 
been reported in the parotid gland, submandibular 

gland, buccal mucosa and other areas in the oral cavity 
(cheek) [2, 5-7].

For treatment, the dashing parasitic quantum group, 
such as albendazole and mebendazole are beneficial. 
Complete cyst resection alone is an effective treat-
ment for hydatid cyst and it appears to be a standard 
treatment in cases who do not respond to medication 
[6]. For several large cysts, surgery is not suitable and 
chemotherapy can be used. When the contents of the 
cyst during the operation came out, they should be re-
moved and the cyst should be washed with an antisep-
tic solution [8].

However, the pathological examination is preferred 
after resection of the cyst. In all patients, the regular 
follow-up is necessary to make sure of definitive treat-
ment and no recurrence [1].

The prevalence of hydatid cyst in head and neck areas 
is extremely rare, especially in sublingual glands. How-
ever, it should be considered in the differential diagno-
sis of the head and neck masses in endemic areas.

Ethical Considerations

Compliance with ethical guidelines

The research was carried out according to the principles 
of the Declaration of Helsinki. Informed consent was taken 
from the patient.

Funding

This research did not receive any specific grant from 
funding agencies in the public, commercial, or not-for-
profit sectors.

Conflict of interest

The authors declared no conflict of interest.

References

[1] Karaman E, Yilmaz M, Ada M, Yilmaz RS, Isildak H. Unusual loca-
tion of primary hydatid cyst: Soft tissue mass in the parapharyngeal 
region. Dysphagia. 2011; 26(1):75-7. [DOI:10.1007/s00455-010-
9278-0] [PMID]

[2] Arora VK, Chopra N, Singh P, Venugopal VK, Narang S. Hydatid 
cyst of parotid: Report of unusual cytological findings extending 
the cytomorphological spectrum. Diagnostic Cytopathology. 2016; 
44(9):770-3. [DOI:10.1002/dc.23515] [PMID]

Figure 3. Hepatic multiple well-defined hypodense cysts with dif-
ferent sizes in the coronal section on abdominal CT scan with IV 
contrast

Hajibegloo Sh, et al. A Rare Case of Sublingual Gland Hydatid Cyst. CRCP. 2019; 4(4):115-118. 

http://crcp.tums.ac.ir/index.php/crcp
https://doi.org/10.1177/000348946907800210
https://doi.org/10.1177/000348946907800210
https://www.ncbi.nlm.nih.gov/pubmed/5775396
https://doi.org/10.1002/path.1700810228
https://www.ncbi.nlm.nih.gov/pubmed/13735863


118

Autumn 2019, Volume 4, Issue 4

[3] Alam M, Hasan SA, Hashmi SF. Unusual presentation of hydatidosis 
- neck lump causing costo-vertebral erosion. Iranian Journal of Oto-
rhinolaryngology. 2016; 28(88):363-7. [PMCID] [PMID]

[4] Mohindra S, Naidu SK, Bal A, Kumar M. Primary hydatid cyst pre-
senting as a mass in the supraclavicular region: An unusual case re-
port and literature review. Journal of the Pakistan Medical Associa-
tion. 2013; 63(10):1309-11. [PMID]

[5] Jumani KT, Ananthamurthy A, Joy B, Nayar R. Sublingual hydatid 
cyst: Case report and literature review. The Journal of Laryngology 
& Otology. 2009; 123(1):e6. [DOI:10.1017/S0022215108003757] 
[PMID]

[6] Hossain MF, Rahman M, Amin R, Ahmed T, Karmaker A. Hydatid 
cyst of the submandibular region. Official Journal of Khwaja Yu-
nus Ali Medical College. 2017; 5(1):480-3. [DOI:10.3329/kyamcj.
v5i1.32321]

[7] Alaparthi RK, Yelamanchili S, Nunsavathu PN, Sode U. Intraoral hy-
datid cyst: A rare case report. Journal of Indian Academy of Oral 
Medicine and Radiology. 2015; 27(3):457-60. [DOI:10.4103/0972-
1363.170486]

[8] Lavanya RM, Kamath VV, Komali Y, Krishnamurthy Sh. Hydatid cyst 
of the buccal mucosa: An unusual presentation. Indian Journal of 
Dentistry. 2015; 6(3):157-60. [DOI:10.4103/0975-962X.160350] 
[PMID] [PMCID]

[9] Diwan R, Mogra N, Purohit M. Primary hydatid cyst of the parotid 
gland. BMJ Case Reports. 2015; pii:bcr2014209217. [DOI:10.1136/
bcr-2014-209217] [PMID] [PMCID]

Hajibegloo Sh, et al. A Rare Case of Sublingual Gland Hydatid Cyst. CRCP. 2019; 4(4):115-118. 

http://crcp.tums.ac.ir/index.php/crcp
https://doi.org/10.1007/BF00505029
https://www.ncbi.nlm.nih.gov/pubmed/7271583
https://doi.org/10.1007/BF02439974
https://www.ncbi.nlm.nih.gov/pubmed/9438112
https://onlinelibrary.wiley.com/doi/abs/10.1002/1097-0142%28197912%2944%3A6%3c2306%3A%3AAID-CNCR2820440645%3e3.0.CO%3B2-D
https://www.ncbi.nlm.nih.gov/pubmed/509398
https://www.ncbi.nlm.nih.gov/pubmed/509398
https://doi.org/10.1017/S0022215100120456
https://doi.org/10.1017/S0022215100120456
https://www.ncbi.nlm.nih.gov/pubmed/1527468
https://doi.org/10.1177/014556131409310-1105
https://www.ncbi.nlm.nih.gov/pubmed/25397391
https://doi.org/10.1097/MD.0000000000000070
https://doi.org/10.1097/MD.0000000000000070
https://www.ncbi.nlm.nih.gov/pubmed/25211046
http://www.ncbi.nlm.nih.gov/pmc/articles/PMC4616269

	Laryngeal Oncocytic Cyst: An Uncommon Incident
	Reza Erfanian1 ￼, Saeed Shakiba2 ￼, Seyed Mohammad Ali Nourbakhsh1, Saeed Sohrabpour1* ￼

	Case Report
	Radiological Presentation of a Patient With Multiple Sclerosis and Hepatic Disorder
	Saeideh Salehizadeh1 ￼, Abdorreza Naser Moghadasi1* ￼

	Case Report
	Herbal Treatments to Gain Weight as the Potential Cause of Portal Vein Thrombosis and Hepatic Damage: A Case Report
	Mona Azarkish1 ￼, Mahsa Abbaszadeh2* ￼, Soha Namazi3 ￼, Sahar Karimpour Reyhan2 ￼

	Case Report
	Cold Agglutinin Disease in Non-Secretory Multiple Myeloma: A Case Report
	Mahsa Abbaszadeh1* ￼, Hanieh Radkhah2 ￼, Sahar Karimpour Reyhan1 ￼, Nasim Khajavi Rad1 

	Case Report
	A Rare Case of Sublingual Gland Hydatid Cyst
	Shima Hajibegloo1 ￼, Farrokh Heidari1 ￼, Amirhossein Yadegar1, Firouzeh Heidari1 ￼, Ebrahim Karimi1, Keyvan Aghazadeh1* ￼

	Case Report
	Scalp Metastasis as an Initial Presentation of Lung Cancer: A Case Report
	Seyyed Ehsan Horriyatkhahgavgani1* ￼, Narjes Zarei2, Soheil Peyman2, Besharat Rahimi2

	Case Report
	Repeated Sepsis in an 83-Year-Old Man With Cancer with Long-Lasting Invasive Treatments
	Masoomeh Imanipour1 ￼, Nasrin Rasoulzadeh2, Amin Hosseini3* ￼

	Case Report
	Lung Involvement in Gaucher Disease
	Mahnaz PejmanSani1 ￼, Keivan GohariMoghadam2 ￼, Mahbube Ebrahimpur1* ￼

	Clinical Images

