
Case Report
Lymphoepithelial Carcinoma Originated from the Sinonasal
Cavity: Case Report and Literature Review

Hassan Alhazzani ,1 Saleh Alabood ,2 Ahmed Alhussien ,3 Sahar Alsadah ,4

Abdulrahman Alghulikah ,2 Shuaa Asiri,5 and Ibrahim Alarif2

1College of Medicine, King Saud University, Riyadh, Saudi Arabia
2Otolaryngology–Head & Neck Surgery Unit, Surgery Department, Security Forces Hospital Program, Riyadh, Saudi Arabia
3Otolaryngology–Head & Neck Surgery Department, College of Medicine, King Saud University, Riyadh, Saudi Arabia
4Otolaryngology–Head & Neck Surgery Department, Prince Mohammed Bin Abdulaziz Hospital, Riyadh, Saudi Arabia
5Pathology and Laboratory Medicine Department, Security Forces Hospital, Riyadh, Saudi Arabia

Correspondence should be addressed to Ahmed Alhussien; alhussienah@gmail.com

Received 9 February 2023; Revised 26 April 2023; Accepted 9 May 2023; Published 17 May 2023

Academic Editor: Rong-San Jiang

Copyright © 2023 Hassan Alhazzani et al. Tis is an open access article distributed under the Creative Commons Attribution
License, which permits unrestricted use, distribution, and reproduction in any medium, provided the original work is properly
cited.

Background. Sinonasal lymphoepithelial carcinoma (SNLEC) is a rare neoplasm, representing less than 1% of all types of
carcinomas and approximately 3% of head and neck tumors. It can afect the nasopharynx due to the rich lymphoid tissue present
in this region. Clinical SNLEC presentation varies, ranging from asymptomatic to nonspecifc sinonasal symptoms. We report
a case of SNLEC and review the literature for SNLEC presentation, diagnosis, management options, and outcomes. Case
Presentation. A 38-year-old male, medically free, presented to the emergency department complaining of nasal obstruction, right
facial numbness, persistent right-sided headache, intermittent orbital pain, and a history of on/of epistaxis. Imaging showed
a destructive mass in the right sphenoid sinus extending to diferent sinuses and infratemporal fossa. Biopsy confrmed the
diagnosis of SNLEC, with immunohistochemistry being positive for Epstein–Barr virus (EBV) and CK8/18. Induction che-
motherapy was started with three cycles of cisplatin and gemcitabine, followed by concurrent chemoradiation therapy. Con-
clusion. SNLEC is rare, with limited reported cases from around the world. It is mostly seen in adults between their ffth and
seventh decades with male predominance. SNLEC is diagnosed using imaging, immunohistochemistry, and EBV testing given its
strong association with EBV. Owing to the limited cases, there is no standard approach to treating SNLEC. However, most cases
managed with radiation and with and without other modalities showed an excellent response in terms of tumor nonrecurrence.

1. Introduction

Sinonasal lymphoepithelial carcinoma (SNLEC) was frst
independently reported in 1921 by Regaud and Schmincke
[1]. It is described by the World Health Organization as “a
poorly diferentiated squamous cell carcinoma or histo-
logically undiferentiated carcinoma accompanied by
a prominent reactive lymphoplasmacytic infltrate, mor-
phologically similar to nasopharyngeal carcinoma” [2].
SNLEC has been reported to occur in the oral cavity, oro-
pharynx, nasopharynx, larynx, salivary glands, paranasal

sinuses, and other organs in the head and neck region [3].
SNLEC represents less than 1% of all types of carcinomas
and approximately 3% of head and neck tumors [4]. Its
clinical presentation varies, ranging from asymptomatic to
nonspecifc sinonasal symptoms, which raises a challenge for
both the diagnosis and management of SNLEC. We report
a case of an adult male with SNLEC of the right nasal cavity,
as well as the results of a literature search using Web of
Science, PubMed, and Google Scholar. We reviewed the
articles to extract information on SNLEC presentation, di-
agnosis, management options, and outcomes.
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Figure 1: Endonasal scope of the right nasal cavity showed a dark-looking mass (yellow arrow) with purulent discharge under being mixed
with blood stain. S: nasal septum; IT: inferior turbinate; MT: middle turbinate.

(a) (b)

(c) (d)

Figure 2: Computed tomography scans (upper left and right) and magnetic resonance imaging T1 (lower left) and T2 (lower right) of the
destructive mass (red asterisk) in the right sphenoid sinus extending to diferent sinuses and the infratemporal fossa.
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2. Case Presentation

A 38-year-old male with a history of heavy smoking (20
cigarettes per day for the last 20 years), otherwise healthy,
presented to the emergency department in June 2022
complaining of nasal obstruction, right facial numbness,
persistent right-sided headache, intermittent orbital pain,
and a history of recurrent epistaxis. His surgical history
included septoplasty three months prior to his presentation,
and his symptoms started shortly after the procedure. Nasal
endoscopy revealed a mass flling in the nasal cavity on the
right side, and a physical exam was otherwise unremarkable
(Figure 1). A computed tomography (CT) scan of the
paranasal sinus revealed opacifcation and expansion of the
right sphenoidal sinus by a poorly defned soft tissue mass
that extended into the nasal cavity and eroded the inferior
sphenoidal bony wall. Magnetic resonance imaging (MRI) of
the facial area showed a large enhancing destructive mass
extending along the sphenoid, posterior ethmoidal, and
right maxillary sinuses, with the extension along the pos-
terior aspect of the nasal cavity and the right infratemporal
fossa with an apparent large right retropharyngeal lymph
node with signifcant enhancement in the postintravenous
contrast (Figure 2). After that, biopsy confrmed a SNLEC
diagnosis. Immunohistochemistry fndings were positive for
Epstein–Barr virus (EBV) and CK8/18 and negative for
CK5/6, P63, chromogranin, synaptophysin, and CD56
(Figure 3). A positron emission tomography (PET) scan was
performed which showed a nonspecifc moderate activity in
the right nasal cavity. Also, there is a moderately increased
metabolic activity corresponding to a lymph node in the
right neck in the jugular digastric chain at level 3 which is
nonspecifc and could represent an infammatory versus
neoplastic lesion. For the chest, abdomen, pelvis, and

skeleton, there were no focal activities suggestive of distant
metastasis.

Tumor grading revealed a T4N2M0 tumor categorized as
stage IVa. After the induction chemotherapy with three
cycles of cisplatin and gemcitabine, the patient tolerated the
therapy sessions with minimal side efects, and repeated
imaging showed a reduction of tumor size from 6.7× 3.4 to
4.7× 2.6 cm. As result of this good initial response, con-
current chemoradiation therapy started, and the patient is
currently under treatment.

3. Discussion

SNLEC is still globally rare, with limited clinical studies
conducted on this topic. Other names have also been at-
tributed to this tumor, such as undiferentiated carcinoma
with lymphoid stroma, lymphoepithelioma, and
lymphoepithelial-like carcinoma [5]. SNLEC tends to arise
in organs that are rich in lymphoid tissue, including, but not
exclusive to, the nasopharynx [6]. Clinical SNLEC pre-
sentation is widely variable, ranging from cases that are
asymptomatic and found incidentally to cases with non-
specifc chief complaints such as headache, nasal congestion,
anosmia, and epistaxis. Tese symptoms may mimic any
other sinonasal pathology, making it challenging for oto-
laryngologists to reach a fnal diagnosis on the frst en-
counter [6–9].

Upon suspicion of SNLEC, immunohistochemical
testing is important to rule out other diferential diagnoses
such as melanoma, lymphoma, and sinonasal un-
diferentiated carcinoma (SNUC). Another way to difer-
entiate SNLEC is that it is not immunoreactive to
hematolymphoid, melanoma-related, and neuroendocrine/
neuroectodermal markers, as well as stains positive for EMA

(a) (b)

(c) (d)

Figure 3: Photomicrographs of the nasopharyngeal biopsy showing (a) infltrative malignant neoplasm admixed with mixed chronic
infammatory cell infltrate (H&E stain; 10x); (b) tumor cells with moderate amphophilic cytoplasm, vesicular nuclei, and prominent
nucleoli; (c) lymphoplasmacytic cell infltrate (arrow; H&E stain; 20x), with tumor cells showing cytoplasmic positivity for CK8/18 (IHC;
20x); (d) tumor cells with nuclear positivity for EBER (in situ hybridization for Epstein–Barr virus; 20x).
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[10]. SNUC is also EBV-negative and has a uniquely ag-
gressive clinical disease course histopathologically charac-
terized by prominent tumor necrosis and apoptosis with low
syncytial nuclei quality, which diferentiates it from naso-
pharyngeal squamous cell carcinoma and SNLEC [5]. From
the few reported cases, SNLEC is more prevalent in areas
where EBV is endemic, such as Southeast Asia. However,
cases from the United States and Western Europe tend to
present as EBV-negative [11].

To the best of our knowledge, SNLEC has been re-
ported in a countable number of cases worldwide; eight of
the 13 cases we reviewed were EBV-positive (Table 1).
Nevertheless, Zong et al. published data on 20 cases from
Guangzhou, China, collected from 1989 to 1996, all of
which were EBV-positive [7]. SNLEC is also mostly seen
in adults between their ffth and seventh decades at a male
predominance of 3 : 1 [2]. In our literature review of 13
published cases, we found the mean age of presentation to
be 52.9 years, with the youngest presentation at 21 years
and the oldest at 77 years. Te male-to-female ratio was 8 :
5 (Table 1).

Owing to the limited number of reported cases, there is
no standard approach to treating SNLEC. Dubey et al.
suggested that the tumor is highly radiosensitive and re-
sponds well to radiation, making radiation a sufcient
means of achieving tumor control [20]; they also indicated
that distant metastasis is the main cause of radiation failure.
Most reported cases similarly prescribed radiation for
tumor management (10 patients), though other treatment
modalities were either surgical or chemotherapy and tai-
lored to tumor location, stage, and the presence or absence
of metastases (Table 1).

Moreover, SNLEC tends to spread locally; neck and
distant metastases are not common, with two out of the 13
cases we reviewed having positive neck lymph nodes
[10, 14]. Only one case had distantly metastasized to the
spine, which was managed with cisplatin and docetaxel and
had excellent tumor response after two cycles [10]. Of the
reported cases, six were managed by chemotherapy plus
radiotherapy and one was managed by chemotherapy alone
with diferent regimens; all of them showed no signs of
tumor recurrence after follow-ups ranging from 13months
to fve years. Surgical intervention (accompanied by che-
moradiotherapy or radiotherapy) was done in various
manners, including Enbloc resection with medial max-
illectomy, Danker’s operation, and excision, with no tumor
recurrence in follow-up.

4. Conclusion

SNLEC is a very rare type of cancer with limited reported
cases from around the world. It is mostly seen in adults
between their ffth and seventh decades with male pre-
dominance and diagnosed using imaging and immuno-
histochemistry. Owing to the limited cases, there is no
standard approach to treating SNLEC. However, most
cases managed with radiation with and without other
modalities have shown an excellent response in terms of
tumor nonrecurrence.

Data Availability

Te data used to support the fndings of this study are in-
cluded within the article.

Conflicts of Interest

Te authors declare that they have no conficts of interest.

References

[1] J. Ewing, “Lymphoepithelioma,” American Journal of Pa-
thology, vol. 5, no. 2, pp. 99–108, 1929.

[2] L. Barnes, J. W. Eveson, D. Sidransky, and P. Reichart, Pa-
thology and Genetics of Head and Neck Tumours, International
Agency for Research on Cancer, Lyon, France, 2005.

[3] G. L. Ellis, “Lymphoid Lesions of Salivary Glands: Malignant
and Benign,” Medicina Oral, Patologia Oral, Cirugia Bucal,
vol. 12, no. 7, pp. 479–485, 2007.

[4] R. Mahawar and Y. S. Devi, “Lymphoepithelial carcinoma of
the maxillary sinus: a case report,” Indian Journal of Case
Reports, vol. 8, no. 5, pp. 154–156, 2022.

[5] M. Faisal, S. Hartenbach, A. Schratter et al., “Lymphoepi-
thelial carcinoma of larynx and hypopharynx: a rare clini-
copathological entity,” Cancers, vol. 12, no. 9, p. 2431, 2020.

[6] J. K. Hajiioannou, D. E. Kyrmizakis, G. Datseris, V. Lachanas,
A. K. Karatzanis, and A. George Velegrakis, “Nasopharyngeal-
type undiferentiated carcinoma (lymphoepithelioma) of
paranasal sinuses: rare case and literature review,” Journal of
Otolaryngology, vol. 35, no. 2, p. 147, 2006.

[7] Y. Zong, K. Liu, B. Zhong, G. Chen, and W. Wu, “Epstein-
Barr virus infection of sinonasal lymphoepithelial carcinoma
in Guangzhou,” Chinese Medical Journal, vol. 114, no. 2,
pp. 132–136, 2001.

[8] D. Mohammed, A. Jaber, M. Philippe, and S. Kishore,
“Lymphoepithelial carcinoma in the maxillary sinus: a case
report,” Journal of Medical Case Reports, vol. 6, pp. 416–424,
2012.

[9] A. Trabelsi, S. Tebra, S. B. Abdelkrim et al., “Lymphoepithelial
carcinoma of the nasal cavity with EBV infection in a North
African man,” World Journal of Oncology, vol. 1, no. 2,
pp. 91–93, 2010.

[10] S. Bonnerup, M. Gitau, and K. Shafque, “A rare case of
sinonasal lymphoepithelial carcinoma presented with clini-
cally stage IV disease,” Ear, Nose & Troat Journal, vol. 101,
no. 6, pp. 386–391, 2022.

[11] J. Sckolnick, J. Murphy, and J. L. Hunt, “Microsatellite in-
stability in nasopharyngeal and lymphoepithelial carcinomas
of the head and neck,” Te American Journal of Surgical
Pathology, vol. 30, no. 10, pp. 1250–1253, 2006.

[12] A. E. Rytkönen, P. P. Hirvikoski, and T. A. Salo, “Lym-
phoepithelial carcinoma: two case reports and a systematic
review of oral and sinonasal cases,”Head and Neck Pathology,
vol. 5, no. 4, pp. 327–334, 2011.

[13] Y.-Y. Tam, L.-Y. Lee, and K.-P. Chang, “Lymphoepithelial
Carcinoma of the Nasolacrimal Duct,” Otolaryngology-Head
and Neck Surgery, vol. 142, no. 1, pp. 144-145, 2010.

[14] H. Takakura, H. Tachino, M. Fujisaka et al., “Lymphoepi-
thelial carcinoma of the maxillary sinus: a case report and
review of the literature,” Medicine, vol. 97, no. 28, Article ID
e11371, 2018.

[15] H. Jung, S. K. Park, K. W. Heo, and M. S. Kang, “Lym-
phoepithelial carcinoma of the maxillary sinus with orbital

Case Reports in Otolaryngology 5



invasion,” Auris Nasus Larynx, vol. 36, no. 4, pp. 487–490,
2009.

[16] S. R. Muthayam, R. Kaushik, K. Pushpanshu, K. T. Singh,
V. Raj, and B. Kumar, “Lymphoepithelial carcinoma arising
from the maxillary antrum: a clinicopathological report of
a rare lesion in an unusual site,” Quantitative Imaging in
Medicine and Surgery, vol. 4, no. 6, pp. 512–515, 2014.

[17] Y. H. Kim, B. J. Kim, and T. Y. Jang, “Lymphoepithelial
carcinoma of the nasal cavity mimicking juvenile angiof-
broma,” Auris Nasus Larynx, vol. 39, no. 5, pp. 519–522, 2012.

[18] N. A. Rahim, Z. B. A. Bakar, and M. K. Seong, “Primary
Lymphoepithelial Carcinoma of the Nasopharynx,” vol. 25,
no. 1, 2020, https://www.seronijihou.com/volume/IMJ/25/1/
primary-lymphoepithelial-carcinoma-of-the-nasopharynx-
5e2e942307881.pdf.
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