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Abstract

In this article, we report a 34-year-old man who presented with a buccal progressive ulcerated lesion which through histopatho-

logic and IHC findings diagnosed as Peripheral T-cell lymphoma.

Introduction:

Lymphoma is a cancer of the lymphatic system which is classified as Hodgkin’s lymphoma (HL) and non-
Hodgkin’s lymphoma (NHL).

Oral lymphomas are the third most common malignancies after squamous cell carcinoma in the oral cavity
which accounts for 3% of all lymphomas.[1]

Primary Extranodal lymphoma represents 25-40 % of all non-Hodgkin lymphoma (NHL) [2]

In addition, 2% to 3% of these extranodal cases derive primarily in the oral cavity [3]

And most commonly affects the Waldeyer’s ring and only 2% of these tumors are located on the buccal floor.
[4]

The most common lineage of lymphomas are B cells (98%), and the majority of these B cells are histologically
subtyped as diffuse large B cell lymphoma.[3]

Oral Peripheral T-cell lymphomas (PTCLs) are uncommon subtypes of non-Hodgkin lymphoma (NHL) that
only a few cases have been reported in the literature but it should always be considered in the differential
diagnosis of oral cavities.

Herein, we describe an extremely rare case of peripheral T-cell lymphoma which derives primarily from
buccal mucosa in a 34-year-old patient.

The patient was diagnosed as a PTCLs based on a biopsy and immunohistochemistry and was referred to
the oncology department for chemoradiotherapy.

Case presentation:

A 34-year-old man was admitted to the Maxillofacial Surgery department, for evaluation of facial asymmetry
due to a painful large lesion over the right cheek which was first noticed by the patient 12 months ago.

The lesion started as a small painful lesion in the right buccal mucosa which progressed gradually and
extended to the nasal cavity.

Some local anti-inflammatory and antibiotic treatments which were previously prescribed by general practi-
tioners did not bring the expected therapeutic effect.
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. The patient denied any B symptoms (fever, weight loss, and night sweats).

His past medical history was unremarkable except opium ingestion a few years ago which through epidemi-
ologic data on that time the oral opiums in Iran were mostly contaminated with lead.

The local examination revealed a firm subcutaneous mass on the right side of the face which was non-mobile
and tender on palpation.

Intraoral examination showed an ulceroproliferative lesion in the right buccal mucosa which had an ill-defined,
indurated margin and was tender on palpation and also covered with whitish pseudomembrane.

On neck examination, few cervical lymph nodes also were palpable on both sides of the neck.

His blood investigations showed white blood cell (WBC) count 3700/μl (neutrophils 87.0% ,lymph 10.0 %);
hemoglobin (Hgb) 14.5 g/dl; platelet count (Plt) 1.96 × 104/μl, (ESR) 47 mm/h , lactate dehydrogenase
(LDH) 420 IU/l (normal range 150–500 U/L)

The patient underwent computed tomography (CT) scan of the oral cavity and neck which revealed

Destructive and expansive soft tissue density with central necrosis in right maxillary sinus extending to the
nasal cavity and right ethmoid sinus with the destruction of the lateral wall of maxillary sinus and extension
to cheek and buccal area, secretions were also seen in the right sphenoid sinus.

No intraorbital invasion was seen, bilateral mildly enlarged cervical lymph nodes were seen. (figure1)

Due to characteristic features of the imaging and clinical history of the patient’s deep cheek (buccal mucosa),
a biopsy was performed, and histopathologic and IHC findings were in favor of a rare diagnosis of Peripheral
T-cell lymphoma, not otherwise specified (PTCL-NOS). (figure 2 )

Immunohistochemical results were as following: LCA+, CD3+, CD7+, CD5 -, CD20 -,CD30- and Ki67 was
around 70–80%. (figure 2)

A whole-body bone and CT scan were performed for staging, and imaging findings did not reveal mediastinal
or retroperitoneal lymphadenopathy or visceral involvement.

Bone marrow biopsy and cerebrospinal fluid cytology were negative for malignant cells.

Using the Ann Arbor staging, the patient was staged at the I EA level of the disease.

The patient received CHOEP (cyclophosphamide, adriamycin, vincristine, etoposide,

prednisone) following radiotherapy.

Discussion :

10 to 15 percent of all patients with NHL have a T-cell lymphoma subtype and Peripheral T-cell lymphomas
are one of the uncommon and aggressive subtypes of the NHL.

Despite our Case, PTCLs are most common among people older than 60 years.[5]

The etiology of PTCLs is unknown but some studies demonstrate the possibility of the association between
exposure to specific viruses, such as the Epstein-Barr virus (EBV) and the

human T-cell leukemia virus-1 (HTLV-1) with PTCLs.[6]

In our case, the blood test results were negative for all HIV Ab, HTLV-1 Ab, EBV VCA-IgM, and IgG.

Rachel S. Kelly, a study showed evidence of an increased risk of NHL or multiple myeloma with exposure to
lead, our case also had a history of oral opium ingestion which was highly suspected for contamination with
lead. [7]

In contrast to our current case, the most common site of oral lymphoma involvement was the gingiva, and
the most frequent symptoms were pain, swelling, ulceration, paresthesia, and palpable lymph nodes. [8]
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. The International Prognostic Index (IPI) is a scoring system for predicting overall survival which evaluates the
patient by age, stage, lymph node involvement, serum lactate dehydrogenase level, and performance status.
According to this scoring system, our patient scored 1 point which was identified as a low-intermediate risk.
[9]

Despite the IPI low-intermediate risk, the overall 5-year survival rate of PTCL patients is less than 20% and
PTCL is considered as an aggressive type of lymphoma.[10]

The recommended regimen for localized extranodal T-cell lymphoma is anthracycline-based

Chemotherapy and radiotherapy, our case also received a CHOEP regimen following radiotherapy.

Therapeutic responses to this approach have been neither adequate nor durable and followed by poor prog-
nosis, so in recent years newer agents like monoclonal antibodies such as alemtuzumab are being investigated
for PTCL treatment.[11]

Conclusion:

In brief, our case highlighted the importance of including PTCL in a differential diagnosis of oral malig-
nant lesions, and early identification and prompt referral for Histopathology and immunohistochemistry
investigation can lead to early diagnosis and appropriate treatment.
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Figure 1: CT scan imaging showed Destructive and expansive mass with central necrosis with extension to
maxillary and ethmoid sinuses .
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Figure 2 : Pathology and IHC of Peripheral T-cell lymphoma, not otherwise specified (PTCL-NOS) , (A)H&E
, (B)LCA+,

(C) CD3+,(D)CD7+,(E)CD5- , (F) CD20-, (G)CD30-,(H)Ki67 :70-80%
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