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ABSTRACT

A case of anorectal amelanotic melanoma in a 72-year-old female is reported. The patient

presented with several episodes of anal bleeding after defecation. Endoscopic examination showed

a 1 cm-polypoid tumor with a roughly irregular surface in the right wall of the anorectum about 5

cm from the anal verge. No pigmentation was evident in the tumor. Endoscopic ultrasonography

(EUS) revealed the depth of invasion to be limited to the submucosa. Al山ough poorly

differentiated adenocarcinoma was suspected by biopsy, it was difficult to classify the tumor as

malignant lymphoma or ma一ignant melanoma. Transanal simple excision of the tumor was

performed. The tumor appeared homogeneously gray-whitish and was lox 17 mm in size. The

tumor was finally diagnosed to be amelanotic melanoma by electron microscopy and im-

munohistochemistry. The depth of invasion was limited to the submucosa. The tumor was

resected with 1 cm-free margins. A few decades ago, abdominoperineal resection combined with

or without pelvic and bilateral inguinal lymph node dissection was recommended for the patients

who had anorectal malignant melanoma with no distant metastases. However, recent studies have

demonstrated that overall survival is related to the tumor size and staging of the depth of invasion,

but not the extent of surgical margins. So we didn't perform additional resection. She is now

living and well ll months after operation wi山no evidence ofrecu汀ence of the disease. She comes

to the hospital every three months. Ryukyu Med. J., 15(3)147-151, 1995
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INTRODUCTION

MaJignant melanomas have been encountered in many

parts of the gastrointestinal tract, and with the exception of

those primary in the esophagus and anorectum, they are

considered to be metastatic. Although the anorectum

represents the commonest site for the development of

malignant (amelanotic) melanoma in the gastrointestinal

tracいt is an extremely rare condition. To our knowledge,
only 15 cases of amelanotic melanoma of the anorectum

were reported from 1964 to 1992 in Japan". Because of

the rarity of the disease, problems associated with anorectal

melanoma such as accurate and timely diagnosis, role of

surgical treatment, and sequence or strategy of treatment

remain unsettled. We present here an additional case of

primary amelanotic melanoma of the anorectum, involving a

simple resection, focusing on the role of surgery in the

treatment of melanoma.
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Fig.l Endoscopic ultrasonography demonstrating a polypoid tumor

with no evidence of penetration into　山e proper muscle layer.

Colonoscopy (the inset at the lower right) showing the tumor with no

brown to black pigmentation.
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Fig.2 Macrophotographs of the resected tumor revealing an oval

polypoid tumor with irregular surface (top) and its cut section

showing a solid, whitish tumor (bottom).

CASE REPORT

A 72-year-old female was admitted to the Ryukyu

University Hospital wi山a diagnosis of rectal carcinoma for

surgical treatment on July 13, 1994. The patient presented

with episodes of rectal bleeding at every defecation in

May. She was seen at a loca一 hospital, where endoscopic

examination revealed a 1 cm-tumor with irregular surface in

the right latera一 wal一 of the anorectum about 5 cm from the

anal verge. Just above the dentate line. On admission, the

patient appeared well without any complaint. The physical

examination showed no abnormality except for rectal tumor

on rectal examination. Her laboratory data including CBC,

serum chemistry, tumor markers (CEA, CA-19-9) and

unnalysis were within norma一 limits. Barium enema dem-

onstrated a 1 cm-polypoid tumor in the right wall of the

anorectum. Endoscopic study showed a 1 cm-polypoid

tumor with a hemorrhagic, roughly irregular surface and

with a similar color to the surrounding recta一 mucosa. No

pigmentation was found in the tumor. Endoscopic ult-

Flg.3 Microphotographs of the tumor revealing a domed polypoid

tumor (top) (HE, ×2.5), cuboidal cells in a】veolar formations

with mitotic figures and no melanin pigment (left, bottom)

(HE, ×50) positive immunohistochemical staining for S-100

protein (right, bottom) (HE, ×50).

rasonography (EUS) revealed a polypoid well-delineated

tumor mass without penetration into the su汀ounding tissue

(the proper muscle layer) (Fig.1). The depth of invasion

was diagnosed to be limited to the submucosa, but not into

the proper muscle laver. A一though poor一y differentiated

adenocarcinoma was suspected by biopsy, it was difficult to

classify the tumor as malignant lymphoma or ma】ignant

melanoma.

Transanal excision of the tumor was performed on July

29. Grossly, the tumor was 6×17 mm in size. When

sectioned, the tumor appeared homogeneously gray-white

in colorand was lOX17 mm in size (Fig.2). Histological

examination revealed cuboidal cells in a一veolar formations

with mitotic figure and no melanin pigment. Immu-

nohistochemical staining was positive for S- 100 protein and

HMB-45 (human melanoma associated antigen) (Fig.3,

4). Electron microscopy revealed the tumor cells contain-

ing melanosomes and premelanosomes (Fig.5, 6). Based

on these findings, the tumor was microscopical一y diagnosed

to be amelanotic melanoma. The tumor invaded the

submucosa, but not the proper muscle with 1 cm-free

margins. Following the pathology report, diagnostic mo-

dalities showed no evidence of metastases. She was

discharged on August 16, and comes to the hospital every
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Fig.4 Microphotographs of the tumor showing positive immuno-

histochemical staining for HMB-45 (human melanoma-associated

antigen) (top,×2.5) (bottom.一eft, ×25 : right, ×50).

Fig.5 Electron microphotographs of the tumor revealing a tumor cell

containing melanosomes and premelanosomes ( ×2, 000). The insel

at the lowerrigh【 showing its magnification X5, 000).

three months. She is now living and we】 eleven months

after operation with no evidence of recurrence of the

disease.
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Fig.6 Electron microphotographs of the tumor showing me】anosomes

and premelanosomes in tumor cells X5,000). The inset at the

lower right showing its magnification ( × 12, 000).

DISCUSSION

Anorectal melanoma is a rare malignant tumor and

occurs with a frequency ranging from 0.4-1.6% of aH

melanomas I In clinical practice approximately one me-

lanoma of the anorectum win be seen for every eight

squamous cell carcinomas in this location, and one for every

250 adenocarcinomas of the rectum4 . Apparently me-

lanoma of the anorectum is uncommon, and amelanotic,

very rare. This is our first case experience of me】anoma of

the anorectum during the past 20 years. The anorectum is

the third commonest site for melanoma, preceded by skin

and eyes. Because of the few melanin pigments in, and

the morphological features of the tumor cells, the diagnosis

of an amelanotic melanoma at preoperative biopsy is often

difficult. In Japan, it is reviewed that only 38. 5% co汀eCt

diagnosis of malignant amelanotic melanoma at biopsy had

made. In our particular case, it was difficult to distinguish

it from undifferentiated carcinoma or reticular fibro-

sarcoma. Takasu had reported that 23 cases of malignant

melanoma was treated for hemo汀hoids. It was necessary

to perform immunohistochemical staining to detect S-100

protein and HMB-45, and DOPA reaction. The definition

of ame】anotic melanoma is genera一ly based on the identifi-

cation of melanosomes by electron microscopy. No-

nethe一ess, problems concerning surgical treatment is

controversial.

A few decades ago, abdominoperineal resection com-

bined with or without pelvic and bilateral inguinal lymph

node dissection was recommended for the patients who had

anorectal melanoma with no distant metastases. Un-

fortunately, no significant difference was found in survival

between the two groups. Subsequently, others recom-

mended local control by surgical treatment and advocated
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adjuvant chemotherapy to improve prognosis. However,

only 10% of the treated patients survived five yearsl

Skin melanomas are reported to have no significant

prognostic differences in age, sex or anatomic location.

Furthermore, it is generally accepted that the appearance and

behavior of the primary anorectal melanomas do not differ

from those of the corresponding skin melanomas8'. Thus,

we wish to discuss the role of surgical treatment of

melanoma in general.

There is a roughly inverse relationship between the

tumor size and survival, and its prognosis correlates well

with staging of the depth of invasionl . In our case, the

tumor size was 1.7 cm in the greatest diameter, but the

depth of invasion was limited to the submucosa of the

anorectum. Subsequently, we believed that a simple exci-

sion with adequate margin would be useful without inguinal

lymph node dissection for the patient.

The role of elective lymph node dissection remains one

of the most controversial in the management of patients

with melanoma. The results of many studiesl ' analyzing

the effectiveness of elective lymph node dissection are

contradictory. The rationale for elective lymph node dis-

section is based on the hypothesis that melanoma spreads, in

a stepwise manner, from the primary to the regional lymph

nodes and then to distant sites . The aim of elective

lymph node dissection is, therefore, to provide definitive

surgical treatment at an early stage in the natural history of

the disease. The major prospective randomized studies

suggest that there is no overall survival advantage conferred

by elective lymph node dissection, but the efficacy of

elective lymph node dissection in subgroups of patients

with early stage melanoma14-1. According to this ra-

tionale, we had to perform inguinal lymph node dissection,

but not because of no evidence of lymph node enlargement.

Another of the important controversies in the management

of patients with melanoma is the optimum excision margin

for primary melanoma.

Many studies concerning adequate local control after

conservative excision of melanoma have been reportedl

A 1 -cm margin is now widely accepted as adequate for thin

(small) melanoma, although the minimum c】earance neces-

sary for thicker (larger) lesion remains undefined. Both

retrospective and prospective studies have demonstrated that

overall survival is related to the biological characteristics of

the primary tumor, most importantly thickness (volume or

size) at presentation, but not the extent of surgical

margins. It is now considered that local recu汀ence or

metastasis can be predicted from the thickness (tumor

volume or size) of the melanoma92". In conclusion,

supplementary treatment with radiotherapy has been of no

benefit, nor have the various chemotherapeutic agents

helped　. The patient will require an intimate follow-

up to allow early detection and treatment of any local

recurrences, regional lymph node metastases or distant

metastases山at develop.
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