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Abstract

Anorectal melanoma (AM) is a rare disease and few guidelines have been established regarding its ther-
apeutic management. Wide local excision, or less frequently, abdominoperineal resection is the treat-
ment of choice. We present a female patient with an excised AM who was submitted to our Nuclear
Medicine department for sentinel lymph node (SLN) mapping of the area. Under rigid proctoscopy the
anal scar received four submucosal injections of technetium-99m-sulfur nanocolloid of 29.6 MBq each.
Lymphoscintigraphy and intraoperative y-probe guided detection of the SLNs followed. SLNs were lo-
calized in the inguinal basins bilaterally and were negative on histology. A wide local excision followed
the above test. Thirty months postoperatively the patient developed distant metastases, underwent ra-
diotherapy and died six months later. Without changing prognosis sentinel lymph node detection, ex-
cision and histology were important in sparing the patient a futile inguinal lymph node dissection.
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Introduction

1% of all malignant tumors of the anorectal region. Since Moore first described

anorectal melanoma in 1857, less than 500 cases of AM have been reported. Fol-
lowing head and neck and the female genitourinary system, anorectum is the third most com-
mon site accounting for 0.4% to 1.6% of all mucosal melanomas [1-8].

A higher incidence of AM has been reported in women than in men [9, 10], as well as in
patients in the sixth or seventh decade of their lives [1]. The AM appears at the age between
27-85 years, with a median age of approximately 60 years [1]. The majority of patients re-
ported are diagnosed rather late in the course of the disease, resulting in an extremely poor
5 year survival rate (0%-22%) [1, 11]. The depth of metastatic lesions as well as the stage of
the disease usually determine prognosis. For the treatment of AM a choice has to be made
between abdominoperineal resection (APR) and wide local excision (WLE) of the lesion.
Lymph node dissection does not seem to affect the 5 year survival rate of AM when distant
metastases are present [1, 12-14]. The lymphatic channels that drain the anorectum differ
according to the tumor location and can lead to the superficial inguinal, to the hypogastric
and obturator lymph nodes or when there are higher rectal lesions, to the mesenteric
drainage pathway of the sigmoid and peri-aortic rectal groups [12, 15]. If there is no nodal
disease at the time of operation, lymph node dissection is delayed until clinical disease de-
velops. Since long-term survival rates have been reported for AM patients with minimal
metastatic nodal disease who had undergone APR [13], sentinel lymph node (SLN) identifi-
cation may have a prognostic value, estimate regional spread of the disease and define the
need for adjuvant treatment.

We present a patient operated after the excision of the primary site of AM, discuss the im-
portance of lymphoscintigraphy - SLN mapping technique and attempt a short review of the
existing literature on treatment strategies.

Q norectal melanoma (AM) is a rare malignant neoplasm, which accounts for less than

Description of the case

We studied a 59 year old woman complaining for the presence of a large polyp (2.5 cm in di-
ameter), which on increased intra-abdominal pressure, was lapsing out of the rectum. The pa-
tient did not report rectal bleeding, weight loss or any other symptoms. Colonoscopy revealed
a pedunculated polyp situated in the anorectal junction, just in the dentate line (Fig. 1), as well
as another polyp in the sigmoid colon, 45 cm proximal to the anus. Endoscopic polypectomy
was performed on both lesions. The histological evaluation revealed that the anorectal polyp
was in fact a malignant melanoma 2.1 mm thick with unaffected resection margins, while the
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Figure 1. Endoscopic view of the melanoma at the dentate line (black arrows).

Figure 2. Lymphoscintigraphy with 99mTc-sulfur nanocolloid and
preoperative detection of the sentinel lymph nodes in the right and left
inguinal basins.

Figure 3. A: Histology H-E x100, B: H-E x200 and C: Immunohistology x400 negative for melanoma infiltration.

sigmoid polyp was adenomatous, without any dysplasia. Ex-
tensive clinical examination, laboratory and radiological tests
with whole body computerized tomography (CT) scan and
transanal ultrasound (U/S) scan, one week after polypectomy,
showed no metastases. Subsequently the patient underwent
rigid proctoscopy and the anal scar resulting from previous
polypectomy, received four submucosal injections of 2" Tc-
sulfur-nanocolloid (**» Tc-SNC) of 29.6 MBq each, in order to
determine SLNs. Planar lymphoscintigraphy was performed
after the injection, in order to visualise the lymphatic drainage
and the SLNs. Three minutes post injection the acquisition of
lymphoscintigraphy was initiated. Anterior, posterior and lat-
eral views were taken on a dual headed y-camera (PRISM
2000 Philips-Marconi Odyssey SX780) for thirty minutes. The
SLNs were externally detected by a y-probe (Scintiprobe
MR100 POL Hitech) and their location was marked on the
skin. After surgical excision of the right and left inguinal SLNs
and before taking them to the Pathology Department, an ex vi-
vo scan of the lymph nodes was acquired.

Results

Three minutes postinjection, two SLNs were detected, initial-
ly in the left and then in the right inguinal basin respectively
(Fig. 2). After one hour, the patient was admitted to the oper-
ating room where she underwent a WLE of the anal scar re-
gion and a resection of the marked inguinal SLNs, guided by
intraoperative use of the y-probe. The surgeons also per-
formed bilateral iliac lymph node biopsy. After resection and ex
vivo imaging, the SLNs and all resected nodes were submitted
to histology (haematoxylin-eosin- H/E stain and immunohis-
tology always performed on malignant melanomas) which
showed no evidence of malignancy (Fig.3). PCR on tissue spec-
imen was also negative. Thirty months postoperatively the pa-
tient developed distant metastases to the left iliac lymph nodes,
the liver, the lungs and a metastatic infiltration of the left iliac
bone. The patient was subjected to radiotherapy (RT) for the il-
iac bone infiltration, however she refused chemotherapy or
immunotherapy and died after six months.
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Discussion

Anorectal melanoma is a neuroectodermal neoplasm originating
from the melanoblastic cells of the mucosal surface [16, 17] and
showing a statistically significant increase in frequency [18]. It
shows a bimodal, age-dependent distribution, from 25 up to 44
years and over 65 years of age human immunodeficiency virus
infection has been considered as a risk factor [18]. Survival rates
seem to be better for younger males [18].

The most common clinical signs of AM are rectal bleeding
and a mass, palpated in the rectum which is usually polypoid
and several centimeters in diameter at the time of diagnosis,
thus presenting clinically as localized advanced disease. The
transitional zone of the anal canal consists of many different
types of epithelium, including squamous epithelium. Melanin
and junctional changes of atypical melanocytic cells are also
seen at this area, which is thought to be the primary site of
mucosal AM. These tumors tend to invade proximally into
the rectal submucosa, leading to the formation of a bulky,
polypoid mass that protrudes into the anal canal. Endoscopy
usually shows black pigmentation in a nodule with ulceration
and friability. However, up to 30% of AM are amelanotic and
may not be recognised, at early stages [19, 20]. Diagnosis is
usually based on clinical examination, endoscopy and biopsy
of the lesion. Endoluminar ultrasound (ELUS) has evolved as a
simple yet valuable tool in providing an accurate assessment of
the tumor’s invasion in depth and the existence or not of
perirectal nodes [17, 21]. CT scan and/or MRI are useful in
evaluating local extent of the disease, as well as identifying
distant metastases.

The use of y-camera LS and intraoperative y-probe in AM,
offer a significant assistance to SLN detection [22-26]. After the
inguinal SLNs are examined histologically, immunohistologi-
cally and with the polymerase chain reaction technique and
found free of malignancy, lymph node excision of the inguinal
area is not performed as it may present a respectable morbidi-
ty [23]. When only micrometastases are found, the excision of
these nodes possibly increases survival [27] .The presence of
SLN at the mesorectum necessitates fine needle aspiration
(FNA) biopsy assisted by ELUS and if malignancy is found APR
is indicated. If AM is local or the general condition of the patient
is poor, then RT and possibly immunotherapy are applied.

There are very few reports of SLN mapping in AM [22-
24]. It has been reported that an AM patient with several
SLNs detected by lymphoscintigraphy and excised under in-
traoperative y-probe guidance (two iliac, two inguinal, one in-
termediary and one mesorectum lymph nodes) found free of
metastases, remained alive and without metastases fifty
months thereafter [25]. A patient with AM without evidence of
metastases in the inguinal and iliac SLNs remained free of
metastases after six months, while in the same study another
AM patient with an inguinal SLN positive for micrometas-
tases died, despite therapy, of systemic dissemination thirty six
months later [26]. Inguinal lymph node metastases from AM
are found only in 14%, while in squamous-cell carcinoma
these metastases have been found in 42% [28].

The depth of invasion as determined by Breslow thickness

was found to be an important prognostic factor [29-31]. The size
of the AM tumor is also important. Patients with tumors thinner
than 2.5 mm on first diagnosis who underwent APR were the
only long term survivors [1, 32]. Concerning localized axial
melanoma, in a predicting survival and recurrence study, pa-
tients with localized axial melanoma of less than 2.5 mm thick-
ness had a predicted 5 year survival rate of 76% and above, and
a 10 year survival rate of 67% and above respectively [33].

The patient studied in this case report had a 2.1 mm thick
AM. Inguinal SLNs and bilateral iliac lymph node biopsies
were negative for malignancy. Despite the negative results of
lymph node histology, immunohistology and PCR our patient
developed left iliac lymph node metastases and systemic dis-
semination of the disease and died thirty six months after ini-
tial WLE. The above indicate that due to the fast dissemination
of AM, negative lymph nodes may soon become positive and
that some of the detected SLNs by LS and intraoperative y-
probe, may be positive for micrometastases even after a neg-
ative immunohistological and a PCR examination. In our case
although the use of SLN mapping was not predictive of pa-
tient evolution, the presence of negative SLNs in the inguinal
basins at the time of examination spared the patient a futile
extensive lymph node dissection in these regions.

For many years APR was the sine qua non in the treatment
of AM, regardless of any prognostic parameters [28]. A study
from Mayo Clinic has stated that the five year survival and re-
currence rates were identical after either APR or WLE, per-
formed with an intention to cure [2, 32].

A study of eighteen patients with an AM of small thickness,
showed that aneuploidy is related to worse tumor behavior,
whereas when the percentage of the cancer cells in S phase are
less than 10%), the prognosis is improved [34].

After surgical treatment of AM, local recurrence is quite fre-
quent. It has also been shown that local recurrence is indicative
of the presence of distant metastases and therefore a poor prog-
nostic factor [14]. Since the survival and recurrence rates appear
to be similar after either APR or WLE, it seems reasonable to
recommend WLE when it is technically feasible to ensure normal
resection margins and reserve APR for cases that cannot be re-
sected by local excision or for the control of patients with isolat-
ed local recurrence [2]. Removal of lymphatics of the mesorec-
tum does not seem to influence the prognosis 2, 9, 25, 26, 32).

There is a long-standing debate about the role of RT in
AM because it does not significantly improve survival, since
melanomas are thought to be radio-resistant [2, 33]. On the
other hand a small number of patients with bulky AM tumors
seem to have benefited after treatment with RT [35]. It has
been reported that an AM patient with locally advanced dis-
ease, who received 50 Gy of RT followed by WLE, remained
free of the disease for thirty months [36]. In another report
AM patients with locally advanced disease treated by colosto-
my in the transverse colon who received 50 Gy of RT, a local
excision plus interferon-a-2b, plus WLE, had a median survival
of only five months [37]. Taking the above into considera-
tion, and in view of the limited data available, it is not possible
to show the efficacy of adjuvant treatment with RT in mini-
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mizing the risk of local and/or regional recurrence [38]. How-
ever, in locally aggressive melanomas, a higher dose of RT,
plus WLE could offer the best therapeutic approach [35, 37].
Postoperative RT can also be helpful in cases of marginal ex-
cision, infiltrated lymph nodes, residual disease and local re-
currence [14, 17, 37]. As a palliative treatment, RT is also
used in extended local disease or metastases in the brain,
bones etc [17, 35].

Immuno-stimulators as well as interferon and cytokines or high
doses of interferon, vaccines, monoclonal antibodies or cisplatin,
have also been tried, without significant survival gain [39, 40).

In conclusion, AM is a rare disease with poor prognosis.
Most patients have distant metastases at the time of diagnosis.
Prognosis seems to be related to the stage of the disease, the
thickness and the depth of the tumor. Wide local excision with
sufficient healthy margins or APR is the treatment of choice.
The determination of SLNs may be useful for the staging and
treatment of the disease, in patients with middle thickness
melanomas without bulging lymph nodes or distant metas-
tases, however existing literature does not offer concrete data
on the usefulness of the SLN method on AM. In our case,
SLN detection and histology was not sufficient in evaluating
the patient’s status and prognosis, but spared the patient a fu-
tile bilateral inguinal lymphadenectomy.
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