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L ow-grade mucosa-associated lymphoid tissue(M ALT) marginal zone
B-cell lymphoma of the tongue-A casereport
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Abstract (J. Kor. Oral Maxillofac. Surg. 2009;35:187-192)

Out of al ora malignant tumor, malignant lymphoma occurs in only 3.5%. Especialy, most of the primary maignant lymphomas, which occur in
the head & neck region are high-grade diffuse large B-cell lymphoma and mucosa-associated lymphoid tissue (MALT) margina zone B-cell lym-
phomais very rare. In the head & neck region, malignant lymphomais reported to occur in the thyroid, salivary gland, trachea, larynx, orbital lobe and
the Waldeyer' s ring. Among the Waldeyer' sring, palatal tonsil is reported to be the most common region, but, only 1 case report was published in
Korea. Until now, there were no case reports of MALT lymphoma that occurred in the tongue. The purpose of this case report is to report and discuss

on acase of MALT lymphoma of the tongue.
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I ntroduction

Primary margina zone B-cell lymphoma was first reported
by Sheibani et al, as a monocytoid B-cell lymphoma, and
recently?, WHO classified it as non-metastatic primary lym-
phoma, which occur within the lymph node. Histopathologi-
caly, infiltration of tumorous lymphocytes and monocytoid B-
cells is observed around lymph nodes, blood vessels and
lymph fallicles.

Lymphoma in the oral cavity can occur primarily, and also,
much more often, secondarily from the lymphoma which
occurred in the other region. They are locaized commonly in
the palatine tonsil, which is part of the Waldeyer' s ring, an
interesting lymphoid barrier between the lymph node and the
lymphoid system associated to the mucosa. Waldeyer’ s ring
lymphomas constitute nearly 5-10% of malignant lymphoma.
Itisrarein the jaw, vestibule, gingival mucosa and is very sel-
dom in the tongue region?. According to serial papers dealing
with head and neck lymphomas, only 3% of the head & neck
lymphoma can be considered as the primary marginal zone B-
cell lymphoma®*.

In the past, lymphomas of the oral cavity as were classified
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by ordinary classification for nodal lymphoma in other extra-
nodal sites. Most of them were B-cell lymphomas or T cell
lymphoma and rarely were Hodgkin' s lymphomas. The patho-
logical characteristics of MALT lymphoma in the ora cavity
was defined after 1saacson and Write (1983) et a reported a
series of patients with lymphoma B gastrointestinal of low
grade of malignancy. Since then, MALT lymphomain the sali-
vary gland in relation with the Sjogren’s disease was reported,
however it occurred mostly within the Waldeyer' s ring and
was reported to occur seldom in the tongue”.

This case report presents a 71-year-old female with primary
MALT lymphoma showing lymphocyte infiltration in the
minor salivary gland in the lateral surface of the tongue.

Clinical case

A 7l-year-old female patient visited the clinic with a chief
complaint of a bilateral mass on the lateral surface of the
tongue with the onset of about 20 days. She also complained of
dry mouth with burning sensations. She didn’ t show any sys-
temic symptoms such as weight loss, nocturnal diaphoresis or
fever. She also didn’ t have any unusual past medical history or
family history.

The lateral surface of the tongue showed some bilateral
swelling, and the mass was soft, with no induration nor tender-
ness to pal pation. The surface of the lesion showed redness and
seemed to adhere with adjacent tissues(Fig. 1). No specific
systemic history was present and biopsy was carried out on her
first visit due to malignancy suspicion.
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Histologically, central cell atypical lymphoid cells were
observed. The size of the cells varied a lot and some cells
showed Dutcher body(intranuclear inclusion) and plasmocytic
differentiation, a typical histologic finding of MALT Iym-
phoma. Squamous epithelium entrapped by atypical lymphoid
cells with formation of so-called lymphoepithelial lesion.
Some showed reactive germinal centers, well polarized and
with starry-sky histiocytes(Fig. 2).

Immunohistologic test results displayed positive with the
markers of CD20, CD43, CD79a, Bcl-2 etc, and negative result
with the markers of CD3, Bcl-6, CD10, TDT(Fig. 3-6).

Then MRI of the craniocervical region and systemic PET CT
scan were taken. In MRI, soft tissue mass formation was
observed on the lingual and palatine tonsil. MRI showed

A) Right side of the tongue

swelling of the tongue tonsil, which is suspected to be a lym-
phoma, and showed a low intensity signal on the T2W1
image(Fig. 7). An enlarged LN at the right internal jugular
chain(level I11) was observed, but its size and shape did not
give an impression of metastases and other salivary glands did
not show any unusua findings. On the systemic PET CT scan,
a dlightly imbalanced intake of FDG was found on the base
and ventra part of the tongue and was spreaded out inferiorly,
showing a possibility of malignancy(Fig. 8). Systemically no
unusual FDG intake was observed, and it was concluded that
there were no signs of metastases. The lesion was completely
excised and she received radiation therapy after transferring to
adifferent hospital.

B)Left side of the tongue

Fig. 1. Lateral surface of the tongue showed bilateral swelling with slightly redness & seemed to adhere with adjacent tissues.

(H-E stain X100)

Fig. 2. Neoplastic lymphoid cells infiltrate squamous epithelium resembling a lymphoepithelial lesion(H-E stain X100). Large
sized lymphoma cells are diffusely infiltrated. Most of them have round nuclei, with vesicular chromatin and nucleoli. Some
showed reactive germinal centers, well polarized and with starry-sky histiocytes(H-E stain X400).
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Fig. 3. Immunohistochemical stain of CD20 shows diffuse Fig. 4. Immunohistochemical stain of CD43 shows diffuse
positive reaction in the cell membrane (X200). positive reaction in the cell membrane (X200).

Fig. 5. Immunohistochemical stain of CD79 shows diffuse Fig. 6. Immunohistochemical stain of bcl-2 shows diffuse
positive reaction in the cell membrane (X200). positive reaction in the cell membrane (X200).

Fig. 7. In MRI, soft tissue mass formation was observed on the lingual and palatine tonsil.
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Fig. 8-2. Suggestive of metastastic lesion in

suprahyoid area.
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Discussion

Clinically, MALT Iymphoma incline to enter an indolence
phase. They tend to remain localized for years and if dissemi-
nation occurs, they tend to recur in other extra-nodal sites. This
tumor is classified as the B-cell type lymphoma of non-
hodgkin lymphoma and is a lymphoepithelial lesion with
monocytic B-cell proliferation. Unlike other low-grade B-cell
lymphoma, they does not metastases remotely, because they
are limited by lymphocyte homing phenomenon, and the
growth of the tumor is affected greatly by exposure to anti-
gens. Even when they progress higher grade, prognosis is bet-
ter respect to the nodal counterpart, because they can be cured
by surgical excision®.

It is reported that chronic inflammation is closely related to
the pathogenesis of MALT lymphoma. Due to chronic inflam-
mation, antigen-stimulated lymphocyte is transformed malig-
nantly, and it is continuously accumulated, and finally takes
form alymphoma.

It is hard to diagnose the lesion in the early stage because it
shows localization of tumor, insidious growth and no special
symptoms. Radiographic tests are useful in deciding on the
boundaries of excision, but are not very useful in diagnosing®.

Histologically, MALT lymphomas repesat the architecture of
normal lymphoid follicles surrounded by B cells of medium
size like centrocyte cells with the tendency to destroy epithelial
structures and to colonise germinal centers. Generally, it is
comprised of centrocyte-like cleaved cell, monocytoid B cell,
small lymphocyte, diffuse heterogenous infiltration of plasma
cell. Intranuclear inclusion(Dutcher body) may be seen in the
plasma or lymphoplasmacytic cells. Lymphoepithelial lesions,
representing infiltration of ductal and epithelia structurs by
neoplastic B cells, are seen in both lymphoepithelia siaadeni-
tis and marginal zone B cell lymphoma. An important early
change is the formation of “halos”, comprised of monocytoid
and centrocyte-like B cell surrounding epimyoepithelial
islands(lymphoepithelial lesion)®. A MALT lymphoma could
be suspected and further immunohistological analysis confirms
the B cell type of the tumor cells. Among the immunohistol og-
ic tests CD3, CD5, CD20, CD43 etc. are tested. Especially
CD5 negative result is very useful for differential diagnose is
with CD5 positive chronic lymphocytic leukemia and node-
based mantle cell lymphoma®.

When diagnosed as MALT Iymphoma, CT images of the
neck, chest, abdominal, pelvis area is necessary because of
possible distant metastasis and in some cases bone marrow
biopsy may be necessary to define the stage of the disease. In

the case of extra-nodal craniocervical lymphoma, it is reported
that metastasis in the bone marrow is found in 25% of the cas-
es. Also when CT scan results are doubtful, upper gastro-
intestinal microscopy is strongly suggested because gastroin-
testinal MALT lymphoma can be found together sometimes'©.

Generally, there are several ways to treat MALT lymphoma,
chemotherapy, radiation therapy, surgica method and combi-
nation therapy. When among them only one therapy is given,
chemotherapy is known to be the most effective single method.
Surgical method or radiation therapy is given when chemother-
apy is not an option rejection symptoms™.

According to Tsang et d., MALT lymphoma present in vari-
ety of extranodal site with 70-90% of patients presenting with
localized(stage |1E-I1E) disease. Due to the radiation sensitivity
characteristie of MALT lymphoma, a moderate dose local radi-
ation treatment(30-35Gy) for these stage is efficacious.
Following IF RT for stage | and II MALT lymphomas, relapse
of the disease occurs in 30-40% of patient after 10 years.
Localized relapse of MALT lymphoma usually involves a dif-
ferent site and is frequently amenable to further loca radiation
therapy. Prognosis of MALT lymphoma, compared to other
low grade B cell lymphoma, is reported to be relatively good.
Also, since the lesion tends to stay localized in one region for a
long time, local therapy such as surgical excision and radiation
therapy is possible in many cases showing a good prognosis?2.
In this case, becase of long distance from our hospital, she
received radiation therapy after transferring to a different hos-
pital. And we confirmed that she was treated by radiothera-
py(30 Gy), thus resulting in complete remission.

In conclusion, therapeutic strategies for this kind of disease
are not standardized yet due to the small number of MALT
lymphomas described in the head and neck region. Therefore,
it remains to be established whether the currently applied ther-
apeutic strategies of combined radiochemotherapy for
advanced lesions and either radiation therapy or surgery for
small lesions provide the best treatment of MALT lymphomas
in thislocation.
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