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Case Report
Primary anorectal malignant melanoma: a case report
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Abstract: Anorectal melanoma (ARM) is rare and lethal. We report a case of a 48-year-old woman with 9 months
of rectal swelling and bleeding. Physical examination revealed a mass about 5 × 6 cm on the anterior wall of the
rectum, 3 cm from the anal verge, and the patient underwent abdominoperineal resection (APR). After hematoxylineosin staining and immunohistochemical staining, it was considered an ARM, which is an aggressive disease with
a poor survival. Immunohistochemical staining showed the tumor to be positive for S-100, Melan A, Ki67 proliferative index of 70%, and negative for HMB45. The melanoma had infiltrated the adventitia and metastasized to the
(intestinal) 16/16 lymph nodes with cancerous nodule formation. There were multiple organs with metastasis (liver,
spleen, pancreas, lung and subcutaneous soft tissue) three months after operation. Overall, pre-operative biopsy
may be insufficient to make a definite diagnosis, and immunohistochemistry is necessary. Therefore, the gold standard treatment for ARM is oncological radical surgical resection.
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Introduction

Case report

ARM is a rare malignancy. In recent years, the
incidence rate of ARM has been increasing.
Malignant melanoma i originates from the neural crest melanocytes. 90% of malignant melanoma is primary to the skin. It is also found in
the mucous membranes of the skin, choroid,
pia mater and eyes. Malignant melanoma is
rare as a primary in the digestive tract, accounting for only 1% to 3% of digestive tract malignant tumors [1]. It was considered to be metastatic previously, but recent studies confirmed
that melanocytes also exist in the gastrointestinal tract, which means the gastrointestinal
tract can give rise to malignant melanoma. The
reports of melanoma occurring in the esophagus, stomach, small intestine, anus and rectum
are most common, while relatively rare in the
colon [2], and ileocecal primary melanomas
accounted for 33% [3]. Surgical resection is the
preferred treatment for ARM, but the surgical
approach remains controversial. At present,
there is no definite guidance on the surgical
approach to ARM.

A 48-year-old female patient was admitted to
Lishui People’s Hospital at 2015.08.18 for anal
pain and bleeding of one month’s duration.
Physical examination revealed a firm mass
about 2 × 3 cm on the anterior wall of the rectum, 3 cm from the anal margin. Diagnosis was
anal canal cancer. Colonoscopy showed anal
canal, with undefined rectal mucosal lesions.
Biopsy disclosed a spindle cell tumor, possibly
malignant neurogenic tumor. The abdominal CT
showed that the right inguinal area had multiple
enlargement lymph nodes considered metastases (Figure 1A). No obvious abnormality was
found in CT scan of liver, stomach, pancreas,
spleen, lung, kidney and mediastinum (Figure
1B-E). To comfirm the diagnosis, the patient
went to Shanghai Zhong Shan Hospital and
underwent examination, but did not receive any
special therapies. The patient came to the anorectal surgery of Lishui People’s Hospital for
surgery on 2016.04.22. Physical examination
found the mass had grown to 5 × 6 cm. In order
to observe the progress of the disease, the
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Figure 1. A: Right inguinal area with multiple lymph nodes (white arrow). B-E: No obvious abnormality was found in a CT scan of liver, stomach, pancreas, spleen,
lung, kidney and mediastinum. F: Right inguinal area had multiple enlarged lymph nodes (white arrow), and primary tumor (red arrow). G-I: No obvious abnormality
was found in CT scan of liver, stomach, pancreas, spleen, kidney and lung. J: A small nodule appears in front of the xiphoid process (red circle). K: Right inguinal
area with multiple enlargement of lymph nodes (white arrow). L-N: No obvious abnormality was found in CT scan of liver, stomach, pancreas, spleen, kidney and
lung. O: A small nodule appears in front of the xiphoid process (red circle). P: Right inguinal area multiple enlargement lymph nodes (white arrow). Q: Multiple liver
metastases (red circle). R: Pancreas and spleen metastases (red circle). Hydronephrosis of right kidney (black arrow). S: Multiple lung metastases (red circle). T: Soft
tissue metastasis in front of the xiphoid process (red circle). U: Ascites (black arrows).
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Figure 2. A: Epithelial and spindleshaped cells were found by H&E stain
(×400). B: HMB-45 expression was
negative in the resected specimen.
C: Ki67 expression positivity rate
was 70% in the resected specimen.
D: Melan-A expression was positive
in the resected specimen. E: S-100
protein expression was positive in the
resected specimen.

patient underwent a total abdominal enhanced
CT examination and CT scan of the lungs again.
Compared with the previous abdominal CT, the
edges of tumor became coarse and the patient
had pelvic cavity metastases to lymph nodes.
The most obvious change was that the right
inguinal area metastases lymph nodes became
larger (Figure 1F). Similarly, there were no obvious abnormality found in CT scans of liver, pancreas, spleen, kidney and lung (Figure 1G-I),
but a small nodule appeared in front of the
xiphoid process at the mediastinal window
(Figure 1J). It was not considered metastatic at
that time. Abdominoperineal resection (APR)
palliative resection surgery was peformed to
remove the malignant tumor. As shown in
Figure 2, pathologic examination of the postoperative specimens disclosed a tumor composed of epithelial and spindle shaped cells,
with necrosis and no obvious pigment.
Immunohistochemical staining showed S-100
+, HMB45 -, Melan A +, and Ki67 positive rate
70%. Combined with the clinical symptoms, a
diagnosis of malignant melanoma was made.
The malignant melanoma had infiltrated the
adventitia and had metastasis to the (intestinal) (16/16) lymph nodes with cancerous nodule formation; even the intestinal lymph nodes
had vascular cancer emboli. The patient had
oral administration of Apatinib after leaving the
hospital. In 2016.05.23, the patient returned
to the hospital for re-examination. The abdomen CT indicated that the patient has no complications after operation, such as intestinal
leakage or tumor recurrence (Figure 1K-O).
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On August 4, 2016, the patient came back to
the hospital due to production of gas and defecation, accompanied by bloating nausea.
Physical examination revealed slight abdominal
bulging, and both sides of the groin had multiple positive lymph nodes, clinically diagnosed
as “incomplete intestinal obstruction”. The full
abdominal CT scans showed that liver, stomach, spleen and pancreas had lesions considered metastatic tumor, plus hepatic hilar, pelvic, and bilateral inguinal lymph node metastasis (Figure 1P-R). Hydronephrosis of right kidney may have been caused by the pelvic mass
which invaded the right ureter (Figure 1P). The
patient had ascites (Figure 1U). The chest CT
scans showed that the patient had lung multiple nodules considered metastatic tumor. The
nodule in front of xiphoid process became larger and was considered metastatic tumor. On
2016.8.8, the patient received “abdominal
paracentesis and extraction of ascites”, 1000
ml ascites were extracted. Human serum albumin was injected to maintain colloid osmotic
pressure. Finally, as the patient was in the late
stage of the tumor, the family asked for discharge and went back to the local hospital for
further treatment.
Discussion
The incidence rate of anorectal malignant melanoma (ARM) is low. The proportion of melanoma is less than 1% in the colorectum, and less
than 0.5% in anal canal tumor, thus accounting
for 4% of all anal canal tumors [4, 5]. Despite
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this, the rectum is the third most common site
of malignant melanoma, second only to the
skin and eyes. The median age of ARM onset is
60 years, and it is slightly more common in
women. The most common site of metastasis
is liver, followed by lung, brain and bone [6].
ARM often occurs in the dentate line or adjacent parts and clinical often showed no specificity. ARM is often misdiagnosed as hemorrhoids or polyps, and may not attract patients’
and clinicians’ attention. When clinicians diagnose ARM, the tumor is usually large. ARM has
a high degree of malignancy, and poor prognosis, with a 6% 5-year survival rate [7]. Early
diagnosis of ARM is very important. Melanoma
usually has intracellular melanin granules, but
there were no melanin granules in 30% of
ARMs. Therefore, diagnosis depends on
HMB45, and S-100 detection [8-10]. The IHC in
our case showed S-100 positivity but was
HMB45 negative. The patient had nonspecific
symptoms such as anal pain and bleeding, thus
diagnosis had to be postoperative. Based on
histopathology combined with clinical symptoms, diagnosis of malignant melanoma was
made.
Surgical resection is the main treatment of
ARM, but the role of surgery for ARM is still controversial. According to the latest Chinese melanoma diagnosis and treatment guidelines,
abdominoperineal resection (APR) was considered to be the standard treatment for a period
of time [11, 12], with wide local excision (WLE)
getting more attention [12-14]. In Yeh et al
study [15], there was no difference between
patients treated with an APR or a WLE. In this
background, WLE was applied in ARM due to
the less aggressive treatment and better quality of life. According to the Chinese Melanoma
Diagnosis and Treatment Guide (2015), surgical resection is the main treatment for ARM
and inguinal lymph node dissection is not suggested currently [16]. APR can achieve better
local control and negative margins. However,
the large surgical area sacrifices the anal
sphincter and will affect the quality of patients’
life. WLE requires a cutting edge ≥10 mm and
there is no difference in the prognosis of the
two surgical procedures. So if complete excision can be obtained, WLE should be the first
choice [17, 18]. In this case, the patient had
been in the late stages of the tumor, so APR
was chosen for palliative treatment [14].
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Conclusions
Patients are often misdiagnosed because of
the nonspecific symptoms of ARM, often at a
late stage of tumor. Thus, patients may miss
the best treatment period due to a misdiagnosis. Clinicians should take ARM into consideration when patients suffer from anal pain and
bleeding. Early diagnosis and radical surgery
are the most important treatments for ARM.
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