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(Abstract )

We present two cases of slowly growing painless lumps in the upper and lower limb. The diagnosis was
made preoperatively based on physical examination, ultrasonography, and FNAC. Hydatid cyst may present
with swelling in soft tissue, especially in the endemic region. Hydatid cyst should be considered in the dif-
ferential diagnosis of swelling in the limb along with sarcoma. We report two rare cases of a hydatid cyst

from a rural part of Nepal.
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Introduction

Echinococcosis is caused by the tapeworm genus Echinococcus which normally lives in the intestine
of carnivores. Four species of Echinococcus are infective to humans i.e. E. granulosus, E. multilolocularis,
E. vogeli, and E. oligarthus [1]. Adult worm of Echinococcus granulosus inhabiting in the intestine of the
definitive host (usually dogs, or related species) produce thousands of eggs per day which are expelled in
the stool and released in the environment. The eggs become an infective source to the intermediate host
(sheep, goats, camels, horses, cattle, etc.) while humans are the accidental host. Following egg ingestion,
oncosphere larva hatches from an egg and penetrates the intestinal mucosa entering the bloodstream or
lymphatic system. The oncosphere larva migrates to the liver or visceral organs through the portal system.
Within a few days, it develops into multiple layered hydatid cysts [2]. It is more prevalent in Nepal as

agriculture and livestock breeding is common practice here.

Echinococcosis commonly affects the liver and lung comprising around 55-70% and 18-35%
respectively [3]. However, it rarely infects muscle and should be considered in the differential diagnosis of

muscle swelling along with abscess, sarcoma, or hematoma.
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A 17-years-old girl was presented swelling in the right upper thigh with slow growth. The swelling

Case 1

was progressively increasing in size and was painful. Clinical examination revealed intramuscular swelling
occupying the lateral region of the right thigh which was immobile in any plane. [t measured 16 X 10 cm. With
the differential diagnosis of intramuscular abscess, sarcoma, hematoma, and hydatid cyst, investigations
were sent. Total blood count revealed a slight increase in eosinophil count. Ultrasound examination
revealed multiple well-defined rounded cystic structures with honeycomb appearance in muscle planes
of the right lateral thigh, suggestive of hydatid cyst. The serology for hydatid cyst was not available thus
we were unable to confirm the diagnosis with the investigation. Chest X-ray and abdominal ultrasound
were done to rule out liver and lung involvement. Excision of the cyst was planned under local anesthesia.
An elliptical incision was made over the protrusion on the thigh. Tensor fasciae lata muscle and vastus
lateralis muscles were exposed, which was densely adherent to the surrounding muscle, and the mass was
removed en bloc, as a white cystic ovoid mass. The wound was irrigated with povidone-iodine solution and

the wound was closed.

Examination of the cyst had multiple small fluid-filled daughter cysts. Pathological examination of
cyst confirmed our preoperative diagnosis of Hydatid cyst. The postoperative course was uneventful. On
the second postoperative day, the patient was discharged on Albendazole 400 mg for six weeks. After 3

months, the follow-up concluded she was disease-free.

Figure 1: Intra-operative finding of the Cyst. Figure 2. Cyst after being removed.

/

Case 2

A 30-year male was presented with swelling in the left arm which had progressively increased in size over
5 months. On examination, the swelling was 3 X 4 cm in size arising from the intramuscular plane. The swelling was
mildly tender. To rule out sarcoma and confirm the diagnosis ultrasonography and fine-needle aspiration cytology
(FNAC) were sent. Ultrasound revealed the thick wall cystic lesion with few septations and hyperechoic nodular
focus in the left arm likely hydatid cyst, while the FNAC report showed sheets of mixed inflammatory cells and
degenerated cells. With the diagnostic dilemma, the patient was planned for excision of mass under local anesthesia.
Biceps muscle was exposed and mass was completely removed. It was a white mass filled with fluid and pus with a
daughter cyst. Diagnosis of infected hydatid cyst was made. Chest X-ray and Ultrasonography of the abdomen were
done to rule out the concomitant lesion. The patient was discharged on Albendazole for 6 weeks. He had progressed
well over 3 months.
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Figure 2: USG findings. Figure 3: Cyst after the excision..
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Discussion

Echinococcus granulosus cause echinococcosis which can affect liver, lungs, spleen, rarely kidney,
heart, bone, eye and muscle. Fever and hypersensitivity reaction are the main manifestation of cyst rupture.

Lethal anaphylaxis can occur with percutaneous treatment of cystic Echinococcus [4].

The reason for intramuscular hydatid cyst has been postulated by two theories. First is by direct
implantation of the cyst in the muscle through dog bites and the other is by transport through systemic
circulation from the intestine to skeletal muscle [3]. Ingestion of the ova with the development of hydatid
cyst in the liver and lungs is labeled as a primary hydatid cyst. In secondary hydatid cyst, there is the
proliferation of larva at the primary site later spreading to the other site. It tends to grow in those muscles
with increased vascularity and decreased activity [5]. In our case, it can be due to traumatic events leading

to implantation of the cyst in the muscle labeling as primary hydatid cyst but it still remains unsure.

The patient usually presents with a slow-growing mass in the muscle with or without pain during
movement. Cyst increases by 1 to 5 cm per year in diameter [6]. It can be found on any site via primary
inoculation or secondary spread. The liver is affected in about two-thirds of patients, lung in about 25% of
cases [7]. In our case, patients presented with slow growing mass without any involvement of liver or lungs

in both of the cases.

Ultrasonography, MRI, CT scan, and Serology are a few diagnostic tools. Based on USG, the cyst has
been classified into 5 different groups based on Gharbi criteria. Type 1 is pure cystic, Type 2 is a cyst with
germinative membrane, Type 3 is a multi-cystic lesion with septate, Type 4 is a degenerative cyst with the
false solid view, and Type 5 is a false solid cyst with calcification. USG finding of daughter cyst separated
membranes, and double line sign, confirm the diagnosis [8]. MRI or CT scans are more valuable tests in
detecting muscle hydatidosis. It is advised to avoid biopsy or aspiration to prevent spread [3]. ELISA is
a more sensitive and specific test for detecting E. multilocularis than E. granulosus with sensitivity and
specificity of 95 to 100% [7].

Excision is the primary mode of treatment. However, due to the risk of recurrence, perioperative
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treatment of albendazole or mebendazole is beneficial. Perioperative treatment with the drugs inactivates
the protoscolices thus, it reduces the risk of recurrence. The optimum duration of the treatment is uncertain
but in general, it should be initiated 4 days before surgery [1]. Since the relapse is high, long-term follow-up

of the patient is advised.

Conclusion

Intramuscular hydatid cyst is rare but it should be considered in differential diagnosis of slow

growing mass in the extremities.
References

1. Moro PL. and Reddy, DN., Echinococcosis: Treatment.
2. CDC - Echinococcosis - Biology. 2022.

3. Simsek S, Hattapoglu S. Intramuscular hydatid cyst in the lower extremity: Report of three cases. Revista da Sociedade Brasi-
leira de Medicina Tropical. 2021; 54.

4. Neumayr A, Troia G, De Bernardis C, Tamarozzi, F, Goblirsch S, et al. Justified concern or exaggerated fear: the risk of anaphy-
laxis in percutaneous treatment of cystic echinococcosis: A systematic literature review. PLoS neglected tropical diseases. 2011;

5:p.el154.

5. SS. Rao, B Mehra, R Narang. The spectrum of hydatid disease in rural central India:an 11-year experience Ann. Trop. Med.
Public Health. 2012; 5: p. 225.

6. Moro PL, Gilman RH, Verastegui M, Bern C, Silva B, et al. Human hydatidosis in the central Andes of Peru: evolution of the di-
sease over 3 years. Clin Infect Dis. 1999; 29: 807-12.

7. Moro PL, Reddy DN. Echinococcosis: Clinical manifestations and diagnosis.

8. Yucesoy C, Ozturk E, Hekimoglu B. Radiologic findings and percutaneous treatment of a rare giant soft-tissue hydatid cyst.
JBRBTR. 2013; 96: 286-289.

/Manuscript Information: Received: March 11, 2022; Accepted: April 07, 2022; Published: April 15, 2022 R

Authors Information: Abhishek Adhikari'*; Nisha Gupta? Kundan Kumar Chaudhary?; Santosh Ray*; Subash Kumar Chaudhary!
'Tribhuvan University Teaching Hospital, Primary care Provider at Chandrapur Hospital Pvt. Ltd., Nepal.

2Nobel College, Kathmandu, Nepal.

3Yangtze University, Jing Zhou, China.

*Jamia Hamdard University, New Delhi, India.

Citation: Adhikari A, Gupta N, Chaudhary KK, Ray S, Chaudhary SK. Intramuscular hydatid cyst: Rare cases from Nepal. Open ]
Clin Med Case Rep. 2022; 1848.

Copy right statement: Content published in the journal follows Creative Commons Attribution License
(http://creativecommons.org/licenses/by/4.0). © Adhikari A (2022)

About the Journal: Open Journal of Clinical and Medical Case Reports is an international, open access, peer reviewed Journal
focusing exclusively on case reports covering all areas of clinical & medical sciences.
Visit the journal website at www.jclinmedcasereports.com

For reprints and other information, contact info@jclinmedcasereports.com

N

Page 4



