CASE REPORT

Print ISSN 2234-2400 / On-line ISSN 2234-2443

Clin Endosc 2014;47:564-567

http://dx.doi.org/10.5946/ce.2014.47.6.564
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Oral Thalidomide

Se Young Park', Hee Seok Moon', Jae Kyu Seong', Hyun Yong Jeong', Beum Yong Yoon',

Se Woong Hwang' and Kyu Sang Song?

Departments of 'Internal Medicine and ?Pathology, Chungnam National University School of Medicine, Daejeon, Korea

We report a rare case of a gastric plasmacytoma treated with endoscopic resection and oral thalidomide therapy. A 70-year-old man was
admitted to our hospital with indigestion. He had no specific medical history and unremarkable laboratory results. Gastroendoscopic
findings revealed a focal, erythematous, flat elevated lesion in the anterior wall of the stomach antrum. A biopsy revealed atypical lym-
phocytes. Endoscopic submucosal dissection (ESD) with an insulation-tipped knife was performed 45 days after diagnosis. Radiological
and hematological evaluations, including a bone marrow biopsy, were performed and showed no involvement of other organs. The pa-
tient was diagnosed with extramedullary gastric plasmacytoma. Follow-up gastroendoscopy was performed three times during a 2-year
period and showed nonspecific ESD scarring. The patient’s condition was found to be stable.
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INTRODUCTION

Extramedullary plasmacytomas (EMPs) are uncommon and
occur almost exclusively in the head, neck, and upper respira-
tory tract; EMPs in gastrointestinal organs are rare.! The next
most frequent site of mass lesion occurrence is the stomach;
however, this is also extremely rare, accounting for less than 5%
of all EMPs. EMPs of the head and neck are more sensitive to
radiotherapy than to surgery.>’ Endoscopic submucosal dis-
section (ESD) is a less invasive therapeutic approach for early
gastric cancer and has been accepted as a standard therapeutic
approach for early gastric cancers limited to the mucosa.*
Here, we report the successful treatment via ESD of a patient
with a solitary gastric EMP confined to the mucosa.
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CASE REPORT

A 70-year-old man was admitted to our hospital with the
complaint of dyspepsia. He had no previous specific medical
history and unremarkable laboratory results. We performed
gastroscopy and observed a flat lesion with focal erythematous
changes in the anterior wall of the antrum (Fig. 1). There were
no specific serum and urine immunoelectrophoresis or im-
munofixation findings. A biopsy revealed poorly differentiated
neoplastic cells and atypical lymphocytes, consistent with met-
astatic carcinoma. A Giemsa stain indicated Helicobacter py-
lori negativity. To rule out cancer and systemic diseases such as
lymphoma, we performed a bone marrow aspiration, biopsy,
and peripheral blood smear. There was no evidence of clonal
marrow or peripheral plasmacytosis. We also performed ab-
dominal and pelvic computed tomography (CT) and positron
emission tomography/CT scans; these yielded unremarkable
results, particularly with regard to lymph node and bone le-
sions. Regarding the gastric focal lesion, we performed an en-
doscopic procedure to confirm the previous endoscopic biop-
sy result as well as for therapeutic reasons using an insulation-
tipped knife (KD-610L; Olympus, Tokyo, Japan) (Fig. 2). After
successful ESD, the acquired specimen revealed plasma cell



infiltration into the lamina propria; however, these cells did
not extend deeply into the submucosal layer. The lesion was
confined to the mucosa and had a clear resection margin. Nu-
merous plasma cells with atypical hyperchromatic nuclei were
observed to infiltrate the gastric mucosa. The neoplastic cells
were positive for CD138 (Fig. 3).

We finally diagnosed the patient with gastric EMP. Because
EMPs are systemic, the patient was treated with additional oral
thalidomide and dexamethasone. Later, we performed three
endoscopic follow-up exams during a 2-year period and con-
firmed nonspecific ESD scarring. We found the patient’s con-
dition to be stable (Fig. 4).

DISCUSSION

Plasma cell neoplasms are classified into four types: solitary
myeloma (bone plasmacytoma), multiple myeloma (bone
marrow and other systemic involvements), extramedullary
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(soft tissue) plasmacytoma, and plasmablastic sarcoma.’ EMP
is defined as an immunoproliferative, monoclonal, plasma cell
tumor that develops in an extramedullary organ; gastric plas-
macytomas are a very rare form of EMP. Gastric tumors ac-
count for 2% to 5% of all EMPs and tend to be identified at a
late stage if an endoscopic examination is not performed.®
Gastric plasmacytomas can be classified into infiltrative, nodu-
lar, ulcerative, and polypoid types, of which the nodular type is
most common. Most gastric plasmacytomas are large, deeply
infiltrating tumors with ulceration; however, tumor cells are
limited to the mucosal and submucosal layers in the early
stage.” Almost all patients with EMPs are treated with radia-
tion therapy, surgery, or combination therapy (surgery and/or
chemotherapy or irradiation). However, no general treatment
guidelines have been established for gastric EMPs. Additional-
ly, the invasiveness of these initial therapeutic approaches pre-
cludes their recommendation for EMPs of the head and neck.>?

We also considered the possibility of mucosa-associated

Fig. 2. (A) The lesion was resected using endoscopic submucosal dissection with an insulation-tipped knife. (B) The resected tumor was

40%35 mm in size.
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lymphoid tissue (MALT) lymphoma in the present case, al-
though the endoscopic findings suggested a reduced likeli-
hood of MALT lymphoma. Extranodal lymphomas mainly
occur in the stomach, whereas MALT lymphomas mainly oc-
cur in the digestive tract. MALT lymphomas arise in the mu-
cosa and are related to the glandular epithelium. Further, H.
pylori infection correlates with MALT lymphoma, and MALT
lymphomas express B-cell lineage markers.® However, in the
present case CD138 immunostaining was positive and a Gi-

.*:'.'

emsa stain was negative. Some studies have reported the com-
plete regression of EMPs after treatment for H. pylori.>>'
However, there is insufficient data to demonstrate a relation-
ship between gastric plasmacytoma and H. pylori."!
Endoscopic mucosal resection has been established as a reli-
able therapeutic approach for early gastric cancers limited to
the mucosa, but ESD has limited efficacy for infiltrative diseas-
es. In this case, ESD was performed to treat a solitary gastric
EMP confined to the mucosa. ESD has the advantages of being

Fig. 3. (A) Numerous plasma cells were observed to infiltrate the gastric mucosa. Some of these cells contained atypical hyperchromatic nuclei
(H&E stain, x100). (B) The neoplastic cells were positive for CD138 (immunostaining, X400). (C) The neoplastic cells were also positive for k light

chain (immunostaining, x400).

Fig. 4. (A) Gastroendoscopic findings showed nonspecific endoscopic submucosal dissection (ESD) scarring 1 year after ESD. (B) Gastro-
endoscopic findings showed no interval change in ESD scarring 2 years after ESD.
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less invasive and less expensive and also has a lower incidence
of side effects than surgery or radiotherapy.* In addition, con-
finement of an EMP to the mucosa can be confirmed using en-
doscopic ultrasonography. In this case, plasma cells did not
extend deeply into the submucosal layer. However, we admin-
istered additional thalidomide and dexamethasone to this pa-
tient because EMPs are systemic and a combination therapy
with thalidomide and dexamethasone is known to be highly
effective.”>" Although other similar case reports have been
published,'*" further study is needed to confirm the results of
solitary gastric EMP treatment via ESD. Nevertheless, our case
report suggests that ESD can be an alternative therapeutic op-
tion for solitary gastric EMPs confined to the mucosa.
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