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Benign Lymphoepithelial Cyst of Parotid Gland Without
Human Immunodeficiency Virus Infection: A Case Report
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gland is a rare benign embryonal disease.

Dysplastic cystic tumor of the anterolateral neck that occurs
most often in men adults seropositive for the Immunodeficiency
Virus (HIV) and rarely in cases of non-acquired immune deficiency
patients with the syndrome. Primary presentation is a slow-grow-
ing, painless mass and secondary infection can cause acute inflam-
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Case Summary: A 46-year-old female patient with a history of
asthma under high blood pressure and followed for a thyroid nod-
ule who presented with a left parotid swelling that had been evolv-
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Published: May 09, 2024 The clinical examination reveals a mobile left parotid mass in re-

lation to the two planes of 5 cm of long axis. HIV serology results
came back negative.

Imaging revealed a cystic lesion of the left parotid gland. The
patient benefited from excision surgery whose histological result
revealed a lymphoepithelial cyst

Conclusion: The detailed characteristics of a BLEC in a patient
without HIV infection contribute to an improved understanding of
this rare disease.

Introduction

Benign Lymphoepithelial Cyst (BLEC) of the parotid gland,
also known as Branchial cleft cyst is a rare benign cystic tumor
of embryonal dysplasia. This usually occurs in the anterolateral
region of the neck, but has been reported in the oral cavity or
in the parotid gland in rare cases [1,2]. This disease primarily
presents as a slow-growing tumor and is not associated with re-
currence or metastasis. These tumors usually occur in patients - -. J a
with Human Immunodeficiency Virus (HIV) and are rarely en- '
countered in patients not infected with HIV [3]. To improve the
situation of clinicians understanding of this rare disease, this
report describes the imaging, histopathology and diagnostic
features of a BLEC of the parotid gland found in a 46-year-old
female patient not infected with HIV.

nection with both superficial and deep plane of 5 cm long axis
and not painful.

On radiological examination, cervical ultrasound revealed a
left parotid cyst with an abscess appearance and MRI revealed
a uniloculated cystic lesion of the left parotid gland.

Case Presentation

46-year-old patient with a history of asthma under treat-
ment, arterial hypertension under treatment and followed for
a thyroid nodule whose history goes back one year marked by
the appearance of a left parotid swelling gradually increasing
in size, in whom the clinical examination reveals a swelling left
parotid of firm consistency with regular contour mobile in con-
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Figure 1 Figure 2

Figure 1 & 2: Parotal MRI in axial and coronal section showing a
uninoculated cystic lesion of the left parotid gland.
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Figure 3: Intraoperative image of the tumor.

T R

oy

Figure 4: Image showing the operating room.

The patient benefited from surgical treatment which con-
sisted of excision of the intraparotid cyst with respect to the
intraparotid vascular and nerve elements and the piece was
sent extemporaneously and came back in favor of an intra-
parotid lymphoepithelial cyst and the definitive anapathology
confirmed the histological type of the tumor. The operative con-
sequences are unremarkable as is the postoperative follow-up

Discussion

BLEC is a rare cystic tumor associated with benign embryonal
dysplasia. The first case of BLEC was reported by Hildebrandt
in 1895, but only 23 cases were published by researchers until
1981. With the emergence of the HIV epidemic, the incidence
of BLEC in the parotid gland gradually increased, and research-
ers found that BLECs were closely linked to HIV infection in most
cases, with BLEC as one of the first clinical manifestations. Ap-
proximately 3 to 6% of HIV-positive adults and 1 to 10% of HIV-
positive children show symptoms of BLEC. In contrast, BLECs are
rarely found in non-HIV-infected patients, and the exact preva-
lence of BLEC in this population has not been reported [1-4].
In this case, HIV test results include antibody and nucleic acid
tests as well as CD4+ T lymphocyte examination was negative.
In previous reports, the disease was also known as gill disease.

Split cyst and usually seen either in the mandibular angle
at the bottom of the external regions or in in the anterior part
of the sternocleidomastoid. This was found to occur less fre-
quently in the mouth or in the parotid gland. In addition, its

distribution among men and women is uniform. Although the
catheter jam appears to be a cause, the source of the block-
age is often not obvious. Furthermore, its pathogenesis remains
unclear. Currently, the majority of researchers believe that ex-
traglandular lymphoids, intraglandular lymphoid infiltration
and/or hyperplasia with ductal and/or epithelial obstruction
integration is the main cause. BLEC is a slow growing tumor,
not associated with recurrence or metastases [5-8]. The main
symptom of this disease is a slow-growing, painless, swollen
mass, often associated with local symptoms such as dysphagia,
dysphagia, dyspnea and stridor, and secondary Infection may
present with acute inflammatory symptoms, such as redness,
swelling and fever [3,8]. The diagnosis of BLEC mainly depends
on clinical manifestations and preoperative auxiliaries examine.
Preoperative auxiliary diagnostic procedures include CT, MRI,
ultrasound and Fine Needle Aspiration (FNA) [9]. To date, the
imaging features of this disease have been rarely reported. By
reviewing the relevant literature [1,9], we found that the MRI
manifestations of BLEC are typical. A single thin-walled round or
oval cystic focus in the parotid gland, with clear boundaries and
T2 hypersignal, hyposignal T1 in the cyst. On close examination,
only the cyst wall shows mild signs. moderate enhancement
and no enhancement is observed in the cyst. In this case, the
MRI showed that small plaques with T2 hypersignal, T1 hyposig-
nal without diffusion restriction and thin walls, discreetly accen-
tuated T2 hypointensity in the parotid gland were caused by a
viscous fluid in the capsule or lesions complicated by infection.
MRI mainly shows a single thin-walled cyst lesion of the parot-
id gland, round or oval in shape, with a clear border. The wall
shows a weak signal. Intracystic T1-weighted imaging showed
low signal, while T2-weighted imaging showed high signal. In
addition, the cyst wall was significantly improved upon en-
hancement scan, but no improvement was found in the cyst [2].
Ultrasonic features of the lesions included a circular shape with
a complete capsule and smooth lining, and blood flow signals
through cyst wall were not rich. The epithelial cells in a BLEC
may contain keratin, and shed inflammatory cells can form a
viscous gel-like yellowish-white liquid [10,11]. The internal echo
of the cyst can generally appear as one of three types, including
coarse granular hyperecho and cloud weak echo mixed signal,
clear cystic echo, and cluster weak echo and cystic echo mixed.
In this case, ultrasound showed typical mixed signals including
coarse granular hyperechoic signal and cloud weak echo signal.
FNA can be used as an important auxiliary method for the clini-
cal diagnosis of lateral cervical lesions. The criteria for FNA cy-
tological diagnosis of BLEC include thick, yellow, pustular fluid;
non- nucleated cells; keratinocytes; and squamous epithelial
cells of varying maturity [1]. Histologically, the walls of BLEC
cysts are usually covered with squamous epithelium and/or, in
some cases, columnar or cuboidal cells. Lymphoid tissue with
or without germinal centers in subepithelial connective tissue is
the most prominent morphological feature [12]. Histological ex-
amination of the mass case showed that the cyst wall was lami-
nated squamous epithelium without epithelial nail process and
the surface layer was mostly incomplete keratosis, surrounded
by a large number of lymphoid stromata with lymphoid follicu-
lar formation and a center of occurrence. Differential diagno-
ses include: (1) Warthin tumor [2], which is more common in
middle-aged and elderly patients and more likely to occur in the
posterior lower pole of the parotid gland, with uneven internal
density; (2) Intramuscular benign hemangioma [13], which is a
fast-flowing intramuscular mass with uneven density and vis-
ible fat density in children that requires pathological examina-
tion for diagnosis; (3) Lymphoma [14], which is more common
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in men over 50 years old and appears as irregular soft tissue
masses with a large range and uniform density on CT, without
obvious calcification, cystic degeneration or necrosis, with dif-
fuse growth to the surrounding area and mostly without adja-
cent bone destruction, and mild to moderate enhancement on
enhanced scanning; (4) Thyroglossal duct cysts [15], which pres-
ent as a painless mass in the front of the neck and are usually
dumbbell shaped and movable when the tongue is extended
or swallowed; CT shows a low-density, usually monocular pa-
renchyma lesion during embryonic thyroid migration, mostly
located in the midline and associated with the hyoid bone; (5)
Lymphocele [16], which typically manifest as a cystic density
focus with uniform density, clear boundary, thin cyst wall, no
obvious exudation and calcification, and after enhancement,
the cyst wall can present slightly uniform enhancement, with
no enhancement in the cyst; (6) Metastatic lymph nodes [17].
which are accompanied by a history of primary tumor, and on
CT exhibit uneven density, calcification, cystic or necrotizing
changes, uneven edges, adhesion to surrounding tissues, and
obvious annular or peripheral enhancement; and (7) Lymphad-
enitis [18], which is more common in children and present with
local redness, swelling, heat and pain while appearing mostly
oval with a thick wall and ring and uniform enhancement with-
out obvious wall nodules and calcification, but with a blurred
surrounding fat space. *

The current treatment principles for this disease include ear-
ly diagnosis, infection control, and cyst removal, and the treat-
ment options include observation, repeated aspiration, sclero-
therapy, radiotherapy, and surgical treatment [4]. Observation
in asymptomatic patients show that repeated aspiration ther-
apy is generally ineffective, and cysts will recur within weeks
to months. Sclerotherapy is limited in scope and is generally
only used for cases in which the cystic fluid can be aspirated,
while radiotherapy is mostly used for HIV-infected BLEC [3]. For
our patient, surgery was the best treatment and particular at-
tention was given to the identification and avoiding injury to
adjacent blood vessels and nerves during surgery. In this case,
surgical treatment was chosen by the patient, and the surgical
procedure consisted of an excision of the intraparotid cyst with
preservation of the facial nerve branches and intraparotid ves-
sels.

The Potential complications of surgical treatment include
recurrence, persistent fistula formation, and cranial nerve inju-
ries, which require close monitoring. In our case, post-operative
follow-up was carried out weekly, monthly, quarterly and did
not reveal any complications or recurrence.

Conclusion

BLEC in the absence of HIV infection is a rare benign cystic
tumor of embryonic dysplasia, known as a branchial cleft cyst.
The disease progresses slowly. Because the imaging, histopa-
thology, and diagnosis and treatment characteristics of non-
HIV-infected BLEC are poorly understood, the present case is
reported to increase readers’ awareness of this disease.
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