
142

Case 
Report

Benign Lymphoepithelial Cyst of the parotid in immunocom-
petent patients
Zakaria Toubi, Anouar Bouhlala , Reda Fadel, Dounia Kamal

Oral and maxillofacial surgery department, Hassan II University Hospital, Sidi Mo-
hamed Ben Abdellah University, Faculty of Medicine and Pharmacy, Fes, Morocco

ABSTRACT
Benign lymphoepithelial cyst (BLC) of the parotid gland is a rare benign embryonic cystic tumor in 

the lateral neck. The distinctiveness of BLCs demands careful consideration in clinical practice, with 

their potential link to HIV infection highlighting the importance of comprehensive assessment, par-

ticularly in immunocompromised individuals. The clinical spectrum of BLCs encompasses gradual 

growth, palpable mobility, and their impact on patients’ quality of life due to cosmetic implications. 

Diagnostic evaluation involves histopathological examination, imaging techniques, and cytological 

analysis to discern the cystic etiology, especially in cases where underlying causes may be elusive. 

The diverse manifestations and treatment options underscore the need for individualized approach-

es. Surgical excision, notably parotidectomy, yields promising outcomes, yet associated complica-

tions require careful evaluation. Advances in cosmetic reconstruction techniques offer prospects for 

addressing post-surgical defects. In sum, the study of BLCs enhances our understanding of sali-

vary gland disorders, aiding clinical management and offering insights into these intricate anomalies.
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INTRODUCTION
Parotid glands are susceptible to various 
pathological conditions, including neoplas-
tic growths and cystic formations. Among 
these, benign lymphoepithelial cysts (BLCs) 
stand out with their distinctive histopatholo-
gy and intriguing clinical implications. While 
historically associated with immunosup-
pression, particularly in HIV-infected pop-
ulation [1], the emergence of BLCs with-
in immunocompetent individuals raises 
significant scientific curiosity due to their rarity.
Generally, cystic anomalies within the parotid 
gland are infrequent, accounting for approxi-
mately 3% of the overall salivary gland tumor 

incidence. Cystic formations in salivary glands 
may manifest either as benign non-neo-
plastic entities or in correlation with both be-
nign and malignant salivary gland tumors. It 
is imperative to differentiate non-neoplastic 
cysts of salivary glands from entities such 
as cystadenoma, mucoepidermoid carcino-
ma, and acinic carcinoma. A substantial por-
tion of salivary gland cysts can be attributed 
to obstructive processes. These occurrenc-
es might arise consequent to traumatic duc-
tal severance, partial or complete obstruc-
tions within excretory ducts, or impediments 
to salivary flow leading to stasis in the ducts. 
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While ductal obstruction appears to be 
the etiological factor, the precise source 
of obstruction often remains obscured.
This study aims to uncover the underlying 
mechanisms of BLCs in the demographic of 
immunocompetent patients, refining diag-
nostic and treatment approaches. By dis-
secting clinical presentations, diagnostic 
methods, and therapeutic considerations, 
this study endeavors to contribute to salivary 
gland pathology knowledge and the under-
standing of immunity-related cyst formation.

CASE PRESENTATION:
A 60-year-old male presented to our oral and 
maxillofacial surgery department with a chief 
complaint of a progressively enlarging left-sid-
ed facial swelling persisting for two years. The 
swelling was asymptomatic but cosmetically 
concerning. The patient reported no tender-
ness, erythema, edema, or thermal sensitivity 
within the mass; no earache, no facial pain, 
numbness, or limitation in the mouth opening.  
The patient had a prior history of facial trau-
ma within the vicinity of the current swelling, 
during which the patient reported experienc-
ing a hematoma in the identical anatomical 
region; however, this hematoma lacked radio-
logical documentation. Clinical examination 
revealed an oval-shaped swelling measuring 
5x4 cm over the left parotid region, character-
ized by firm consistency and lack of adherence 
to surrounding tissues (figure 1). Absence of 
cervical lymphadenopathy was noted, and 
the contralateral parotid gland appeared un-
remarkable. Evaluation of Stensen’s duct re-
vealed no abnormalities, with no evidence of 
ductal discharge upon glandular compression. 
Magnetic resonance imaging (MRI) demon-
strated a round cystic lesion in the left pa-
rotid gland, with a maximum cross-section-
al area of approximately 5cm × 4 cm with a 
diminished signal intensity on T1-weighted 
sequences and heightened signal intensity 
on T2-weighted sequences (figure 2). Nota-
bly, HIV enzyme-linked immunosorbent as-
say (ELISA) testing yielded negative results. 
Subsequently, the patient underwent left su-
perficial parotidectomy under general anes-
thesia for excision of the swelling. Overall, 
the lesion appeared as a pale rounded nod-
ule enclosed by a full capsule and connect-
ed to a small portion of parotid tissue. Its 
dimensions measured approximately 5 cm 
× 3,2 cm × 4,6 cm. The tumor’s surface felt 
smooth and tender, with the overlying capsule 

showing no abnormalities in texture or color 
(figure 3). Histopathological examination of 
the excised specimen confirmed the diagno-
sis of a Benign Lymphoepithelial Cyst of the 
parotid. Follow-up evaluations at 3 months, 6 
months, and 1 year postoperatively revealed 
no evidence of recurrence, with preserva-
tion of normal facial nerve function (figure 4).

Figure 1: showing a firm, non-adherent oval 
swelling (5 × 4 cm) in the left parotid region 
detected on clinical examination.

Figure 2: showing a 5 × 4 cm cystic lesion in 
the left parotid gland with low T1 and high T2 
signal intensity on MRI.

Figure 3: showing a smooth, tender tumor 
surface with a normal overlying capsule.

Figure 4: showing no recurrence and pre-
served facial nerve function at 3, 6, and 12 
months postoperatively.
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DISCUSSION:
Benign lymphoepithelial cysts (BLCs), charac-
terized by rare cystic neoplasms with benign 
embryonic dysplasia, exhibit a notable propen-
sity for the lateral neck region, albeit occurring 
less frequently in the oral cavity or the parotid 
gland [2,3]. The inception of BLC’s recogni-
tion in the parotid gland traces back to 1895
when Hildebrant documented the first report-
ed case. Subsequently, the literature encom-
passes approximately seventy reported in-
stances of such cysts. The advent of the HIV 
epidemic marked a significant juncture, as it 
coincided with a gradual rise in the incidence 
of BLCs within the parotid gland. Researchers 
discerned a compelling correlation between 
BLCs and HIV infection, with the majority of 
cases indicating a close association, and BLCs 
emerging as an early clinical manifestation in 
this context. The prevalence of BLC symp-
toms is observed in approximately 3%-6% of 
HIV-positive adults and 1%-10% of HIV-posi-
tive children. In stark contrast, the occurrence 
of BLCs among non-HIV-infected patients is 
notably infrequent, and the precise prevalence 
of BLCs within this demographic remains un-
documented [4-7]. The key lesson to take 
away is that the identification of BLCs should 
consistently trigger suspicion of HIV infection. 
When confronted with a diagnosis of BLC, 
clinicians must verify the patient’s HIV status 
promptly to facilitate the timely implementation 
of suitable therapeutic measures. In the pres-
ent case, the results of HIV tests, including an-
tibody and nucleic acid tests, were negative.
Bernier and Bhaskar [8] coined the term 
“lymphoepithelial cyst” with the intention of em-
phasizing that this lesion does not represent an 
embryologic remnant. They provided a specific 
definition, characterizing it as either a solitary 
or multiple cysts situated within lymph nodes in 
proximity to salivary glands. According to their 
postulation, BLCs emerge due to the degener-
ation of cystic salivary gland inclusions within 
lymph nodes. Conversely, some researchers 
propose the origin of BLCs to be remnants 
originating from the branchial arch, as evi-
dent in cases described as “branchial cysts”. 
The pathogenesis of BLCs is intrinsically 
linked to the infiltration of HIV-infected cells 
into the lymphoid tissue of the salivary glands. 
This phenomenon triggers a cascade of 
events characterized by lymphoid hyperpla-
sia and metaplasia within the salivary ducts, 
culminating in obstructive processes, duc-
tal dilation, and subsequent cyst formation 

[9]. Despite the ambiguous pathogenesis of 
BLCs in immunocompetent patients, postula-
tions suggest a comparable process of lym-
phoid hyperplasia occurring in the context of 
viral infections other than HIV. A noteworthy 
case reported by Naidoo et al. underscores 
this notion, where an immunocompetent pa-
tient with chronic otitis media experienced 
BLC development. Their analysis proposed 
that the longstanding ear infection prompted 
chronic lymphatic drainage into intracarot-
id lymph nodes, thereby inducing ductal ob-
struction and consequent cyst formation [10].
In a study carried out by Joshi et al. [5], it 
was revealed that the prevalence of BLC was 
threefold higher in males compared to fe-
males. The majority of cases were unilateral 
and primarily affected the right parotid gland, 
in contrast to the current case at hand. The 
average age of onset reported in the study 
was 44 years, whereas our case involved a 
60-year-old male patient. The predominant 
clinical manifestation of BLCs presents as a 
slow growing, painless, and palpable swelling, 
with normal movable overlying skin. This mass 
has the potential to attain considerable dimen-
sions, ultimately culminating in pronounced 
physical disfigurement and facial asymmetry. 
Notably, the presence of BLECs does not gen-
erally impede salivary gland functionality, and 
individuals typically maintain normal salivary 
secretion despite the presence of the cyst.
Preoperative supplementary diagnostic 
techniques encompass computed tomog-
raphy (CT), magnetic resonance imaging 
(MRI), ultrasound, and fine needle aspiration 
(FNA) [9]. Through a comprehensive anal-
ysis of pertinent literature [4,11], it has been 
ascertained that characteristic CT manifes-
tations of BLCs encompass the presence of 
a singular, thin-walled round or oval cystic 
focus within the parotid gland, exhibiting dis-
tinct margins and demonstrating low density 
within the cystic cavity. During contrast-en-
hanced scans, discernible enhancement is 
observable along the cystic walls, with no 
concurrent enhancement detected within the 
cyst itself. Subsequently, MRI predominantly 
unveiled a solitary thin-walled cystic anom-
aly situated within the parotid gland, pos-
sessing a rounded or oval configuration and 
characterized by a well-defined boundary. 
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T1-weighted imaging demonstrated a dimin-
ished signal intensity inside the cyst, while 
T2-weighted imaging displayed a height-
ened signal intensity. Notably, the cyst’s wall 
experienced marked enhancement during 
contrast-enhanced scans, whereas no corre-
sponding enhancement was discerned with-
in the cystic cavity [5].Notably, fine needle 
aspiration (FNA) serves as a pivotal supple-
mentary technique for the clinical diagnosis 
of lateral cervical lesions. Cytological criteria 
for diagnosing BLC via FNA encompass the 
presence of viscous, yellow, pustular fluid, 
absence of nucleated cells, pres-
ence of keratinocytes, and the exis-
tence of squamous epithelial cells exhib-
iting varying degrees of maturation [4].
The conclusive identification of cystic lesions 
within the parotid gland relies exclusively on 
histopathological examination, a course of ac-
tion exemplified in our own case. Under the 
spectrum of benign lymphoepithelial cysts 
(BLCs), a diversity of epithelial types has 
been delineated. Although squamous epi-
thelium remains the most prevalent, instanc-
es of diverse combinations encompassing 
cuboidal, columnar, ciliated columnar, and 
mucin-producing epithelia have been doc-
umented. Furthermore, rare instances of 
squamous epithelium featuring sebaceous 
differentiation have been cataloged [5] The 
hallmark histopathological pattern features a 
cleft lined by glandular or squamous epithe-
lium, enveloped by an abundant lymphoid 
tissue enriched with discernible germinal cen-
ters. Some specimens even exhibit the pres-
ence of salivary gland tissue and ducts [12]. 
The primary indication for addressing BLCs 
typically pertains to cosmetic concerns. As 
previously highlighted, this pathology has 
the potential to induce severe aesthetic dis-
tortions, resulting in social isolation and de-
pression. Among the array of therapeutic al-
ternatives, options encompass observation, 
repetitive aspiration, sclerotherapy, radio-
therapy, and surgical intervention. Notably, 
observing asymptomatic patients reveals that 
recurrent aspiration therapy generally proves 
ineffective, as cystic reappearance transpires 
within a span of weeks to months. Sclerother-
apy, while employed selectively, is predomi-
nantly feasible when cystic fluid can be aspi-
rated, and radiotherapy finds greater utility in 
cases of BLCs associated with HIV infection 
[6]. While all treatment modalities yield par-
tial responses, the sole approach consistent-

ly showcasing complete resolution devoid of 
recurrence is parotidectomy. Consideration of 
complications stemming from parotidectomy 
as a therapeutic avenue for BLCs parallels 
comparisons made with routine superficial 
parotidectomy for pleomorphic adenoma [13]. 
In the hands of skilled surgeons, parotidec-
tomy for benign conditions has exhibited a 
stable paresis rate of 2.3% (pertaining to one 
or more facial nerve branches), while partial 
superficial parotidectomy has exhibited an 
unvarying paresis rate of 0% [13,14]. Anoth-
er factor of consideration is the consequential 
surgical defect that arises from the excision of 
these substantial cysts, which can lead to a 
visibly deforming indentation. The rectification 
of parotidectomy-induced defects can be ap-
proached through a multitude of cosmetic re-
construction methods, including the utilization 
of cadaveric dermal matrix (Alloderm®), ab-
dominal fat grafts, sternocleidomastoid mus-
cle flaps, de-epithelialized radial forearm free 
flaps, and rectus abdominus free flaps [15]. 
In the case presented here, there was no re-
quirement for reconstructive procedures, and 
the patient experienced favorable postopera-
tive outcomes without any associated discom-
fort throughout a six-month follow-up period.

CONCLUSION:
In conclusion, the investigation into benign 
lymphoepithelial cysts (BLECs) within the pa-
rotid gland provides a multifaceted perspec-
tive on their clinical presentation, diagnosis, 
treatment, and underlying mechanisms. The 
distinctiveness of BLCs demands careful 
consideration in clinical practice, with their 
potential link to HIV infection highlighting the 
importance of comprehensive assessment, 
particularly in immunocompromised individ-
uals. Despite various therapeutic options, 
surgery remains the preferred approach for 
treating BLC, as underscored by this com-
prehensive literature analysis and case illus-
tration. This article aims to emphasize the 
importance of considering BLC as a potential 
differential diagnosis for parotid swellings, 
even in individuals without HIV infection.
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