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Purpose. Anorectal melanoma is a rare but aggressive disease comprising
approximately 1%-2% of all melanomas. Several case series in Western
countries reported about this disease. This study aimed to analyze the
symptoms, treatment, and survival of patients with anorectal melanoma in
a single center in Taiwan.

Methods. All patients diagnosed with anorectal melanoma in Taipei Vet-
erans General Hospital from 1998 to 2017 were included. We collected
data on patient characteristics, symptoms, disease stage, treatment, and
overall survival.

Results. Eighteen patients were enrolled, including 6 with anal melanoma
and 12 with rectal melanoma. The mean age was 61.8 years at diagnosis.
Eight patients (44.4%) were male. The symptoms included bleeding dur-
ing defecation (72%), bowel habit change (44%), anal pain (22%), pruri-
tus (11%), and anorectal prolapse (11%). At diagnosis, 4 patients had local
disease only described as stage I, 5 patients had regional lymph nodes de-
scribed as stage 11, and 9 patients had distal metastasis described as stage
II1. Fourteen patients underwent surgery, including local excision (n = 6,
33.3%) and abdominal perineal resection (n = 8, 44.4%). Patients with
stage III disease had poorer overall survival than those with stage I and 11
diseases. In stage | and II diseases, there was no disease-free (p = 0.48) or
overall survival (p = 0.72) benefit between local excision and abdomin-
operineal resection.

Conclusions. Anorectal melanoma is an aggressive disease with rapid
local recurrence or distal metastasis even after radical resection, che-
motherapy, radiotherapy or immunotherapy. Further study about the ideal
multimodality therapy may be needed to improve the outcome of this
aggressive disease.

[J Soc Colon Rectal Surgeon (Taiwan) 2019,;30:181-186]

elanoma is a rare but aggressive disease. Most

melanomas have a cutaneous origin but may
also have a mucosal origin in some patients (1.5%)."
According to previous studies, primary mucosal mela-
nomas behave more aggressively and have poorer
prognosis than cutaneous melanomas.'” Primary mu-
cosal melanomas often originate from the head and

neck, anorectal and female genital organs, with a dis-
tribution of approximately 55%, 24%, and 18%, re-
spectively.* The most common melanoma of the gas-
trointestinal tract is anorectal melanoma (AM), ac-
counting for about 0.4%-1.6% of all malignant mela-
nomas.* The incidence of AM is about 2.2-2.7 patients
per 10 million population per year in the United States
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and Europe.' The symptoms of AM often include
bleeding during defecation and perianal pain in some
cases, which is often considered as hemorrhoid.” Lack
of awareness of AM often leads to an advanced stage at
diagnosis compared with that of cutaneous melanoma.
The treatment of AM often included radical surgical
excision such as abdominoperineal resection (APR) or
wide local excision. However, which one is better re-
mains controversial.*** Nonsurgical treatment includes
chemotherapy, immunotherapy, and radiotherapy for
metastaticor loco-regional lesions.” However, the bene-
fit of these modalities remains unclear in AM, and the
prognosis is still poor. For this rare disease, there were
many case series published in Western countries for
years.”®'%!? This study aimed to analyze the disease in
our hospital with 20 years’ experience.

Materials and Methods

We enrolled 18 patients who were diagnosed with
AM from 1998 to 2017 in Taipei Veterans General
Hospital from a pathological report database. We col-
lected data on patient characteristics from medical re-
cords and by telephone interview for missing data.
Some patients underwent biopsy only, and others un-
derwent surgical excision including APR, local exci-
sion, or polypectomy from colonoscopy. A total of 19
patients were initially enrolled, but one patient only
underwent biopsy and did not return for follow-up. In

Table 1. Patient characteristics

18 included patients, data on characteristics, including
age at diagnosis, sex, underlying disease, and symp-
toms, were collected. All patients had pathological
melanoma in the anus or rectum. Staging studies in-
cluded pelvis computed tomography (CT), chest CT
and magnetic resonance imaging (MRI), and positron
emission tomography (PET) in some cases. Overall
survival and disease-free survival were also obtained
from the medical records or telephone interview when
the patient did not die in our hospital.

Results

There were 18 patients diagnosed with AM from
1998 to 2017 in Taipei Veterans General Hospital
from the pathological report database. Patient details
are presented in Supplement Table 1. Of 18 patients, 6
(33.3%) were diagnosed with anal melanoma, and 12
(66.7%) with rectal melanoma. Eight patients were
male (44.4%). The average age at diagnosis was 61.8
years (35-87 years). There were 4 patients (22%) di-
agnosed with stage I disease with only local lesion, 5
(28%) with stage II disease with lymphadenopathy at
the pelvic or inguinal area, and 9 (50%) with stage 111
disease with distal metastasis at diagnosis. The surgi-
cal intervention included biopsy only in 4 patients
(22.2%) with stage III disease. Six patients (33.3%)
underwent local excision, and 8 (44.4%) underwent
radical resection with APR (Table 1). Common symp-

All patients Anus Rectum Survival (M)
Patient number 18 6 (33.3%) 12 (66.7%)
Sex
Male 8 (44.4%) 1 (16.7%) 7 (58.3%)
Female 10 (55.6%) 5(83.3%) 5 (41.7%)
Age, years 61.8+15.5 60.2 £10.0 62.7+18.0
Stage
I. Localized 4 (22%) 2 (33.3%) 2 (16.7%) 19.5 (7-52)
I1. Regional 5 (28%) 1 (16.7%) 4(33.3%) 20 (7-38)
I1I. Distal 9 (50%) 3 (50.0%) 6 (50.0%) 7.6 (1-22)
Treatment
Biopsy only 4 (22.2%) 1 (16.7%) 3 (25.0%)
Local excision 6 (33.3%) 3 (50.0%) 3 (25.0%)
APR 8 (44.4%) 2 (33.3%) 6 (50.0%)

APR, abdominoperineal resection.
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toms include bleeding during defecation (72%), bowel
habit change (44%), anal pain (22%), pruritus (11%),
and anal prolapse (11%) (Table 2). There were 14 pa-
tients (82%) with lung metastasis and 13 (76%) with
liver metastasis (Table 3). Patients with stage III dis-
ease have poorer overall survival (average survival
7.6 months) compared to those with stage I and II dis-
eases (average survival 19.5 and 20 months) (p =
0.038) (Fig. 1). Three patients with stage I and II dis-
eases underwent local excision, and 6 underwent
APR. However, there were no disease-free (p = 0.48)
(Fig. 2A) or overall survival (p =0.72) (Fig. 2B) bene-

Table 2. Symptoms of anorectal melanoma

Symptom Number Percentage
Bleeding during defecation 13 72%
Bowel habit change 8 44%
Anal pain 4 22%
Pruritus 2 11%
Anal prolapse 2 11%

Table 3. Patients with anorectal melanoma with distal metastasis

Metastatic location Initial (n=9) At death (n=17)

Lung 5 14 (82%)
Liver 4 13 (76%)
Pelvis 0 9 (53%)
Brain 0 4 (24%)
Bone 1 7 (41%)
Abdomen (LNs) 3 8 (47%)
LNs, lymph nodes.
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Fig. 1. Overall survival (Kaplan-Meier method) of patients
with anorectal cancer with stage I, I1, and I1I disease
(»=0.038).

fit compared to radical resection or local excision.

Discussion

Mucosal melanoma is a rare subtype of melanoma
that accounts for < 1.5% of all melanomas.' Mucosal
melanoma often develops in the head and neck and
anorectal and female genital organs.! We obtained all
cases of AM from 1998 to 2017 from a single institu-
tion. The incidence of AM is 1.6-2.3 higher in women
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Fig. 2. (A) Disease-free survival (p = 0.48) and (B) overall
survival (p = 0.715) patients with stage I and 11
anorectal melanoma who underwent local excision
and abdominoperineal resection (APR).
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than in men.*>!>13 In our study, 10 patients (55.6%)
were female. The median age at diagnosis is approxi-
mately 60-70 years in some studies'*° and was 61.8
years at diagnosis in our population. AM is an ad-
vanced disease, and 50% of patients (9/18) have dis-
tant metastasis at initial diagnosis. The symptoms and
signs of AM were similar to that of hemorrhoid, such
as bleeding during defecation, anal pain, or bowel
habit change, which may cause delay in diagnosis.
The surgical interventions for AM included local ex-
cision and radical resection, such as APR. Some stud-
ies showed that compare to local excision, APR had
better local control in stage I or II disease but had no
overall survival benefit.*”'* In our study, APR had no
benefit in overall survival (p = 0.72) or disease-free
survival (p = 0.48) compared to local excision in stage
[ and II disease.

AM is a rapidly progressive disease. Some studies
reported that it takes approximately 1.5 years from
diagnosis to develop systemic disease.'? In our 9 pa-
tients with stage I and II diseases, it took approxi-
mately 13 months for distal metastasis to develop.
When it progresses to a systemic disease, life expec-
tancy is often less than 1 year (6.6 months in our po-
pulation). The survival of patients with AM with stage
1, 11, and III disease was 19.5 months, 20 months, and
7.6 months, respectively. Distal metastasis often pres-
ents in the liver and lung according to a Netherlands
case series.” We also have similar results.

This study has some limitations. First, this is a ret-
rospective and single-institution observational study.
We enrolled only 18 patients diagnosed with AM in
our institution. Further multicenter study may be ne-
eded for a comprehensive evaluation in the Taiwanese
population. Second, each patient underwent different
treatment modalities, including surgery, chemother-
apy, radiotherapy, or further immunotherapy, and there
is a relatively small sample size. We did not analyze
the effects of conservative treatment of chemotherapy,
radiotherapy, or further immunotherapy.

There are many case series that discussed AM in
Western countries. However, there are few studies that
reported this disease in Taiwan. We collected data of
18 patients who presented in our hospital in 20 years.
It seems that this disease is still advanced and rapid

aggressive. Further studies may be needed to improve
the care of patients with AM.

Conclusions

AM is an aggressive disease with rapid local re-
currence or distal metastasis even after radical resec-
tion, chemotherapy, or immunotherapy. There was no
significant benefit of APR and local excision in over-
all and disease-free survival. Further study may be
needed to improve the outcome of this disease.
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Supplement

Supplement Table 1. Detailed patient characteristics

No. Sex  Age Location Symptoms Initial stage Surgical method Disease-free survival Survival (M)
1 Male 46  Rectum Pain 2 APR 2 8
2 Male 78  Rectum Bleeding 1 Local excision 6 7
3 Male 87  Rectum Bleeding, constipation 3 Local excision - 1
4 Male 72 Anus Bleeding, constipation 1 Local excision 35 52
5 Male 65  Rectum Bleeding, tenesmus 3 Biopsy - 9
6 Female 82 Rectum  Bleeding, prolapsed mass 2 APR 29 32
7 Female 71 Anus Bleeding, constipation 1 APR 3 7
8 Female 49 Anus Tenesmus 3 Local excision - 8
9 Female 51 Anus Itching 3 Biopsy - 3
10 Male 35  Rectum Bleeding 2 APR 31 38
11  Female 68 Rectum Bleeding 1 APR 6 12
12 Female 63 Anus Bleeding 2 APR Lost 14
13 Male 46  Rectum Bleeding, anal pain 2 APR 8 21
14 Male 36 Rectum Bleeding, pain, obstruction 3 Biopsy - 22
15 Female 68 Rectum Bleeding 3 Local excision - 8
16 Female 79 Rectum 3 APR - 5
17 Female 55 Anus Pain, prolapsed mass 2 Local excision 4 7
18 Female 62 Rectum Bleeding, obstruction 3 Biopsy - 5

APR, abdominoperineal resection.
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