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Abstract 

Primary squamous cell carcinoma of the rectum is a rare malignancy, and the discrete dual lesions of rectum are even rarer. There is currently no effective and satisfactory treatment for this disease. Here we report a case of an elderly female with bi-primary squamous cell carcinoma of the rectum treated with radical resection and radiotherapy.  The patient is still alive 43 mo after the initial curative resection of the tumor. We suggest that surgery as the primary treatment followed by concomitant radiotherapy may be an effective protocol for elderly patients with rectal squamous cell carcinoma. 

© 2014 Baishideng Publishing Group Co., Limited. All rights reserved.  
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Core tip: Primary squamous cell carcinoma of the rectum is a rare malignancy, and the discrete dual lesions of rectum are even rarer. Our patient is still alive after surgery as the primary treatment followed by concomitant radiotherapy.  It was suggested that surgery combined with radiotherapy may be an effective treatment strategy for patients with rectal squamous cell carcinoma, especially for elderly patients who cannot tolerate chemotherapy. 
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INTRODUCTION 

Colorectal squamous cell carcinoma (SCC) is an extremely rare malignancy of the gastrointestinal tract. Since more than 90% of colorectal diseases are adenocarcinomas, very little information is available in the literature about the etiology, prognosis and optimal treatment of this malignancy. It was reported that the survival rate of rectal SCC is by far lower than that of adenocarcinoma[1]. A multidisciplinary approach has been recommended, and surgical resection should be performed in patients with localized disease if possible. Neoadjuvant/adjuvant therapy of rectal cancer can reduce the high risk of locoreginal recurrence. In the present study, we report a case of a primary SCC involving two parts of the rectum, which was treated surgically followed by adjuvant radiation. 

CASE REPORT
A 75-year-old female patient was admitted to the surgical department of our center in March 2010 because of perianal discomfort and tenesmus for one and half month. She experienced 2.5 kg weight loss during the past three months. She is a nonsmoker and does not drink. Rectal examination revealed a mass of of 1.5 cm arising 3cm from the anal edge and another 3.5cm mass arising 7cm from the anal edge (Figure 1). Computed tomography (CT) scan of the chest, abdomen and pelvis was negative for distal metastases. The rectal examination was performed using colonoscopy, and biopsies revealed squamous cell carcinoma of the rectum. She then underwent combined abdominal perineal resection of the rectum (Miles operation), and pathologic examination found a moderately-poorly differentiated SCC of the rectum (Figures 2 and 3) infiltrating the serosa into the soft tissue of the right pelvic cavity. The margins of the excised tissue were tumor free. Multiple regional lymph nodes seen in the full-thickness excision of the lesion revealed no evidence of invasion. The tumor was found to be T4N0M0 in stage. Postoperatively, the  patient was  treated  with  a  megavoltage  linear  accelerator  (6 MV)  in  prone position; and a 2- fields technique (AP-PA fields) was used. The upper border of the radiation field was at the L4/L5 junctions; and the inferior border was at the lower edge of ischial tuberosity including the surgical scar. The left border and the right border included a 1.5-cm margin on the pelvic brim. The radiotherapy doses were specified at the intersection of the central axis of the beams in the pelvis. The dose of 45 Gy was delivered to the pelvis in 25 fractions over 5 wk. A daily dose of 1.8 Gy was given through the AP-PA fields. After the treatment, the patient achieved complete remission confirmed by colonoscopy and computed CT scan of the chest, abdomen and pelvis during the follow-up. At the time of writing this report, the patient had survived 43 mo after treatment, with no clinical evidence of recurrence.  

DISCUSSION

Squamous cell carcinoma of the rectum is a relatively rare tumor with a reported incidence of only 0.1%-0.2% of all rectal tumors[2]. This kind of cancer is definitely more common in the anus than in the rectum. The border-line of the two carcinoma types is marked by the 10-12 mm thin transitional layer of the anus, where the cylindrical epithelium changes over to the squamous epithelium[3]. Our case is extremely rare, for the patient presented two lesions in the rectum, both of which were located > 2 cm from the anal edge.  

The pathogenesis of these tumors is still unclear. The most possible assumption is that multipotent basal cells proliferate to squamous cells, and the presence of these undifferentiated basal cells at the base of normal mucosal crypts has been previously demonstrated by Lorenzsonn et al[4]. Another possible explanation postulates that ectodermal cells may migrate to the rectum during the embryonic phase and aberrantly proliferate in response to stimuli[5]. Both theories are based on the theory of chronic irritation, e.g., by ulcerative colitis[6], and infection of human papillomavirus (HPV)[7, 8], or other viruses such as HIV[7,9].  

The established criteria for a diagnosis of primary SCC of the rectum are as follows[5]: (1) metastases from other sites (e.g., lung SCC) must be ruled out; (2) a squamous cell-lined fistula must not involve the affected bowel; and (3) an SCC of the anus extending to the rectum must be excluded. Immunochemistry is helpful in diagnosing SCC using the markers, including cytokeratins AE1/AE3, 34BE12, CK5 and involucrin in order to differentiate it from other undifferentiated small cell tumors[10].

The optimal treatment for rectal SCC has not been well established due to the rarity of the disease. Traditionally, surgical resection of the affected rectum was considered to be the standard treatment. Local excision is appropriate in selected cases of stage T1 (invasion to the mucosa or submucosa) cancers or possibly stage T2 (invasion to the muscularis propria) lesions. It was reported that T2 lesions particularly require close follow-up, as recurrence after local excision can be as high as 20%[11]. More recently, neoadjuvant radiotherapy (local control of the disease and downstaging) or adjuvant chemo- and/or radio-therapy has been advocated as an alternative primary treatment for SCC with acceptable local control in about 60% of patients[12-16]. Surgery was relegated to the role of salvage therapy for cases that do not respond to radiotherapy[2,3]. However, considering the limited number, the rarity of this condition and the retrospective nature of the series, large randomized prospective trials are needed to identify the role of only chemoradiotherapy. Above all, it is recommended that surgical resection is the treatment of choice, although radiation and chemotherapy can be useful in treating node-positive patients, poorly differentiated cancers and advanced disease. Due to the relatively high risk of locoregional recurrence of rectal cancer of T4N0M0 patients, combined adjuvant therapy after surgery was recommended. However, considering patient’s rejection of chemotherapy and the poor toleration of the old age to chemotherapy, we proposed the individualized treatment of radiotherapy after local excision, which yielded a complete response. The patient remained disease-free for 43 months after treatment. The therapeutic approach with surgery as the primary treatment followed by combined radiotherapy, may be necessary in order to improve the survival and prognosis of patients with local lesions, especially for those of old age.  
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COMMENTS 

Case characteristics

A 75-year-old female with one and a half month history of perianal discomfort and tenesmus
Clinical diagnosis

A 2.5 kg weight loss occurred during the past three months and a tumor was found in digital rectal examination
Differential diagnosis

Colon cancer, rectum adenocarcinoma, rolorectal polyps.

Laboratory diagnosis

Carcinoembryonic antigen 2.67 μg/L; squamous cell carcinoma (SCC) 13.9 μg/L; blood routine, liver and kidney function tests were within normal limits.
Imaging diagnosis

Rectal examination revealed a mass of 1.5 cm arising 3 cm from the anal edge and another 3.5 cm mass arising 7 cm from the anal edge.
Pathological diagnosis

Pathology of the surgically resected tissues revealed a squamous cell carcinoma.

Treatment

The patient was treated with combined abdominal-perineal resection of the rectum followed by radiotherapy of totally 4500 cGy in fractions to pelvis.
Related reports

Colorectal SCC is an extremely rare malignancy of the gastrointestinal tract, and very little information is available in the literature about the etiology, prognosis and optimal treatment of this malignancy.
Experience and lessons 

Colorectal SCC is a very rare disease and selection of proper treatment is a complex process. However, surgical resection and adjuvant radiotherapy can be considered as a better treatment strategy for patients with early colorectal SCC, especially for those of old age who cannot tolerate the side effect of chemotherapy.

Peer review

In this work, authors reported a case of a 75-year old female patient with bi-primary squamous cell carcinoma. The patient was treated with a curative surgery, followed by radiotherapy with a radiation dose of 45 Gy. The study reported that the patient is no-evidence-disease at the time of writing, 43 months after treatment. Generally, the work presents an interesting case.  However, there are several weaknesses to be addressed. 
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Figure 1 Colonoscopy showing an squamous cell carcinoma of the rectum. The tumors are located about 2 cm (A) and 7 cm (B) from the anal verge, respectively. 

 SHAPE \* MERGEFORMAT 


 
A                                                                    B
[image: image2.jpg]



C
Figure 2 Pathologic examination found a moderately-poorly differentiated squamous cell carcinoma of the rectum. A, B: A high power view of the squamous cell carcinoma of the rectum, showing keratin formation (HE stain, × 100); C: Immunohistochemical analysis of the biopsy of the squamous cell carcinoma of the rectum showing positive CK stain.
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