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Abstract

Inflammatory bowel disease is regarded as one of the risk factors of colorectal cancer, and early detection of cancer in these patients may be troublesome, especially in pediatric patients. Prognosis of pediatric colorectal cancer is known to be poor, because of delayed diagnosis and unfavorable differentiation. We report a case of a pediatric patient with a 10-year history of ulcerative colitis who was diagnosed with sigmoid colon cancer when he was 15 years old. He underwent proctocolectomy surgery with ileal pouch anal anastomosis. Postoperative pathological examination of the tumor revealed adenocarcinoma. The pericolic tissue layer was infiltrated, and metastases were found in 0 of 2 lymph nodes. Children with a long history of predisposing factors such as inflammatory bowel disease need particular attention of the possibility of colorectal cancer. Early diagnosis through regular screening with colonoscopy is one of the most important critical factors for a good prognosis.
© 2013 Baishideng. All rights reserved.
Key words: Colon; Rectum; Cancer; Ulcerative colitis; Pediatric
Core tip: Inflammatory bowel disease (IBD) is regarded as one of the important risk factors of colorectal cancer. Several cases of colorectal cancer with pediatric IBD have been reported. However, this case is noticeable in that the onset of disease in the patient was relatively in young age and the duration of illness was rather short, even though the patient was given continuous medication and regular follow-ups. Therefore, this case highlights the importance the early diagnosis of the disease with high level of awareness in children with a history of predisposing factors 
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INTRODUCTION
Pediatric colorectal cancer has a poor prognosis compared to adult colorectal cancer because of delayed diagnoses and its advanced stage. Thus, early diagnosis based on a high degree of suspicion could be the most important factor, especially in patients with predisposing factors Herein, we report a 15-year-old boy with a 10-year history of ulcerative colitis (UC) that developed sigmoid colon cancer.

Pediatric colorectal cancer is very rare. The reported incidence is 0.3 to 2 cases per million, accounting for 0.4% of all fatal malignancies in patients younger than 15 years of age[1-6]. According to some studies, most cases occur in the second decade of life[1,7,8]. Remarkably, the sex distribution is equal in adults, whereas in children, a notable preponderance of boys have been reported[2,7].

Although colorectal cancer has a relatively good prognosis in adults, the overall reported survival of pediatric colorectal cancer is poorer than in adults[5,9,10]. The most likely reason is delayed diagnoses with advanced stages of colorectal cancer and high potential for dissemination[2,8,11]. The other reason for the poor prognosis of pediatric colorectal cancer is a high proportion of mucinous histology, accounting for more than 50% of the cases[2,7,12].

CASE REPORT
A 15-year-old boy was transferred from outside the hospital because of abnormal computed tomography (CT) findings. He presented with abdominal pain, vomiting and poor oral intake for 1 week before admission.

He has a very long and complicated past medical history. When he was 3 years old, he was treated for anal fissure. Additionally, when he was 5, he had bilateral knee joint pain with swelling, and the lab test was positive for antinuclear cytoplasmic antibody. Through a colon study and colonoscopic biopsy, he was finally diagnosed with UC. After the diagnosis, he was kept on the combined medications of mesalazine, azathioprine and prednisolone for 5 years. 

When he was 10, he moved to another hospital which was in his hometown. He did follow-ups through the hospital for 5 years. Five years later, he was admitted to that hospital for abdominal pain and vomiting, and his CT scan showed suspected cancer lesions. Therefore, he was referred to our institute for further evaluation. 

Several clinical tests were done after admission to evaluate him. The esophagogastroscopy did not show any abnormal findings. The abdominal CT showed a segmental polypoid mass at the sigmoid colon, which was consistent with cancer. (Figure 1A) The finding of diffuse colonic wall thickening with a loss of haustra, called “lead pipe appearance”, which was consistent with UC, was also observed. (Figure 1B)
The colonoscopy showed diffuse granular lesions at the ascending colon, multiple ulcerations from the transverse colon to rectum, and two polypoid masses without ulcerations at the descending and sigmoid colon(Figure 2). 

The patient underwent surgery. We found a small nodular lesion at the level of the anal verge 6 cm with a digital rectal exam which was not found in the colonoscopy. At the level of the sigmoid colon, a 3.0 cm-sized mass involving one third of the lumen was found. Based on these findings, a total proctocolectomy with ileal pouch anal anastomosis was performed.

Grossly, there were 2 lesions suspicious of malignancy. A 4.0 cm × 2.0 cm × 1.0 cm-sized ulceroinfiltrative mass was located at the ascending colon. And the other lesion, 5.0 cm × 3.0 cm × 1.1 cm-sized polypoid mass, was located at the sigmoid colon(Figure 3). Microscopically, the tumors were adenocarcinomas and the T stage of the lesions was T3 and T1, respectively. Of the 127 lymph nodes, none of them were positive for metastatic carcinoma. Postoperative pathological examination of the tumor revealed adenocarcinoma. The pericolic tissue layer was infiltrated, and metastases were found in 0 of 2 lymph nodes.
DISCUSSION
Many studies have reported the risk factors of colorectal cancer. Known genetic factors that can increase colorectal cancer are familial polyposis of the colon, Gardner’s syndrome, Turcot’s syndrome, Peutz-Jegher’s syndrome, UC, familial occurrence of colorectal cancer, and Bloom’s syndrome[9,13,14]. According to most studies, 10% of the pediatric colorectal cancers have predisposing factors[9,13]. 

The rate of adenocarcinoma in childhood-onset UC patients was higher than that in adult-onset UC patients[15,16]. Eaden et al[16] reported that the cumulative probabilities of developing colorectal cancer were 5.5% at 10 years after onset of UC, 10.8% at 20 years and 15.7% at 3 years. They investigated the subsequent long-term incidence of colorectal cancer among patients with childhood-onset UC through a meta-analysis.
Diagnosis of inflammatory bowel disease at a young age is a well-known factor for an increased risk of colorectal cancer[15]. Ekbom et al[17] reported that the average incidence rate of colorectal cancer among patients with UC between the ages of 0 and 14 was 118.3 times that of the control population.

Considering the relatively high incidence of colorectal cancer and the poor prognosis in patients with childhood-onset UC, early diagnosis through regular screening with colonoscopy can increase the resectability and improve the prognosis. 

In summary, pediatric surgeons always have to keep in mind the possibility of colorectal cancer in children with a long history of predisposing factors such as UC. Early diagnosis through regular screening with colonoscopy is one of the most important critical factors for a good prognosis.
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Figure 1 Preoperative computed tomography shows (A) enhancing protruding polypoid mass at the sigmoid colon and (B) diffuse colonic wall thickening with loss of haustra (“lead pipe appearance”).
Figure 2 In colonoscopy, there were diffuse granular lesions (A), multiple ulcerations from the transverse colon to rectum (B) and polypoid mass at the sigmoid colon was also observed (C).
Figure 3 Grossly, there were 5 cm × 3 cm-sized polypoid mass at sigmoid colon (A) and severe nodularity with fibrosis on whole colon (B). 

