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Abstract

We report a rare case of a 68-year-old male with metachronous pancreatic metastasis that was resected 2 years after salvage esophagectomy for local recurrence of esophageal squamous cell carcinoma (ESCC). Two years and 8 mo ago, he had undergone definitive chemoradiotherapy for the lower thoracic ESCC and achieved a complete response. Chemoradiotherapy used the protocol of the Japan Clinical Oncology Group trial 9906. Approximately 8 mo later, he developed a local recurrence of the ESCC and underwent thoracoscopic salvage esophagectomy followed by reconstruction with a conduit colon graft via a subcutaneous route. Recently, a tumor of the pancreatic body was found on routine follow-up computed tomography (CT). The tumor diameter was 15 mm on CT, and the maximum standardized uptake value of the lesion was 5.49 at 18F-2-fluoro-2-deoxy-D-glucose positron-emission tomography, strongly suggesting pancreatic cancer. In addition, all tumor markers were within the reference intervals. Therefore, distal pancreatectomy was performed with the resultant histological diagnosis being confirmed as pancreatic metastasis of the ESCC. He was treated with adjuvant chemotherapy, and there has been no evidence of recurrence 9 mo after the surgery. Resection of pancreatic metastasis offers a good prognosis and should be considered for solitary ESCC metastasis. 

© 2014 Baishideng Publishing Group Co., Limited. All rights reserved.
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Core tip: This report a 68-year-old male presenting with a pancreatic tumor following esophageal squamous cell carcinoma (ESCC) treated with curative chemoradiotherapy and thoracoscopic salvage esophagectomy approximately 2 years previously. He was treated with distal pancreatectomy and histologically diagnosed as a rare case of metachronous pancreatic metastasis of ESCC. Resection of pancreatic metastasis offers a good prognosis and should be considered for solitary ESCC metastasis. Both this case and a review of the relevant literature support this view.
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INTRODUCTION

Pancreatic metastasis of esophageal carcinoma is rare. The disease occurs reportedly at a frequency of 0.12% in esophageal carcinomas and 0.68% in metastatic tumors of esophageal carcinoma[1]. Another study has reported the rate of pancreatic metastasis of esophageal carcinoma to be 3.9% of that of esophageal carcinomas according to pathological examination of autopsy samples[2]. Furthermore, it has been observed in 0%-4.9% of pancreatic metastatic malignancies[3-7]. To the best of our knowledge, there are few English literature reports of pancreatic metastasis of esophageal squamous cell carcinoma (ESCC). Here, we describe a case of metachronous pancreatic metastasis of ESCC with a brief review of the literature.

CASE REPORT

A 68-year-old male was found to have a tumor of the pancreatic body on routine enhanced computed tomography (CT), as follow-up for the treatment of esophageal carcinoma. Two years and eight months previously, he had been diagnosed and treated for lower thoracic ESCC (clinical T1bN0M0, stage Ⅰ; according to the seventh edition of the Union for International Cancer Control system). At that time, he underwent definitive chemoradiotherapy with a complete remission. The chemoradiotherapy protocol was consistent with that of the Japan Clinical Oncology Group trial 9906, and comprised two cycles of intravenous cisplatin infusions with continuous 5-fluorouracil infusion and concurrent irradiation with a total dose of 60 Gy[8]. Approximately 8 mo later, he developed local recurrence of the ESCC (pathological T1bN0M0, stage Ⅰ), and underwent thoracoscopic salvage esophagectomy followed by reconstruction with a conduit colon graft via a subcutaneous route. Thoracoscopic salvage esophagectomy was performed with two-field lymph node dissection[9]. 

The pancreatic body tumor was evaluated prior to surgery by CT and 18F-2-fluoro-2-deoxy-D-glucose positron-emission tomography (FDG-PET). The tumor was low density and its diameter was 15 mm on CT examination, and the maximum standardized uptake value (SUVmax) of the lesion was 5.01 in the early phase and 5.49 in the late phase at FDG-PET (Figure 1). These results strongly suggested pancreatic cancer. In addition, all tumor markers were within the reference intervals, including SCC, CEA, CA19-9, SPan-1, DUPAN-2, and NCC-ST-439. 

Distal pancreatectomy and splenectomy were performed to treat the pancreatic body tumor. Macroscopic findings of the specimen revealed a 15 mm × 11 mm tumor in the pancreatic body (Figure 2). Pathological examination revealed that the tumor was a squamous cell carcinoma with morphologic features similar to the previous ESCC; it was therefore diagnosed as a pancreatic metastasis of the ESCC (Figure 3). He was discharged uneventfully on the 11th postoperative day and later received one dose of adjuvant chemotherapy (intravenous cisplatin infusions with continuous 5-fluorouracil infusion). However, because of renal impairment the adjuvant chemotherapy was stopped and was followed up on an outpatient basis without adjuvant therapy. There have been no signs of recurrence 9 mo after surgical resection of the pancreatic metastasis.

DISCUSSION

To the best of our knowledge, only 3 cases of pancreatic metastasis of ESCC have been reported in the English literature till date[10-12]. Park et al[11] reported the case of 58-year-old male who underwent an esophagectomy for early ESCC followed by distal pancreatectomy for pancreatic metastasis with radiofrequency ablation for hepatocellular carcinoma. Adjuvant chemotherapy was given for 4 mo after the surgery in this case, without any evidence of recurrence. Sawada et al[12] reported the case of 73-year-old male with advanced ESCC who developed pancreatic metastasis that caused hepatic portal venous gas; he received supportive care only. Esfehani et al[10] reported a 59-year-old female with a pancreatic metastasis of ESCC who had undergone surgical treatment and adjuvant chemoradiotherapy 4 years earlier. In this case, she was treated with distal pancreatectomy and adjuvant chemotherapy for the pancreatic metastasis and showed no recurrence within the 6-mo follow-up. This is the only known case of metachronous pancreatic metastasis of ESCC reported in the literature[10]. Our report is the first case of metachronous pancreatic metastasis of ESCC following local recurrence treated with salvage esophagectomy and definitive chemoradiotherapy.

The differential diagnosis of pure squamous cell carcinoma of the pancreas is also a possibility. However, this is very rare, and it has been argued that before diagnosis, metastasis from another site should be excluded[13]. Most of the squamous differentiation that occurs in pancreatic carcinoma, exists as a component of adenosquamous carcinoma. Therefore, the World Health Organization classification of tumors of the pancreas does not specify it as a distinct entity. Al-Shehri et al[14] reported in his review that the development of pancreatic squamous cell carcinoma was explained by 5 postulated theories as follows:. (1) malignant change in a primitive cell capable of differentiating into either squamous or glandular carcinoma; (2) squamous change in a pre-existing adenocarcinoma; (3) malignant transformation in a squamous metaplasia of the ductal epithelium; (4) malignant change in an aberrant squamous cell; and (5) the theory of tumor collision. In this case, the histological morphology similar to the primary ESCC together with the history of ESCC were the basis for the diagnosis of pancreatic metastasis of ESCC. Vascular invasion was observed in the specimens of both the previously resected esophagus and the pancreatic metastasis. This fact supports the hematogenous distant metastasis of the ESCC. Although we initially diagnosed the patient with pancreatic cancer at first, primarily on the basis of the results of imaging, the tumor was ultimately diagnosed as pancreatic metastasis from the ESCC. 

Finally, we need to consider whether resection of the ESCC pancreatic metastasis was the appropriate treatment option. Several investigators have reported favorable prognosis with resection of pancreatic metastasis[4,6,7,15]. However, the primary cancers in these reports consisted of renal cell cancer, colon cancer, melanoma, sarcoma, lung cancer, and breast cancer with limited consideration of esophageal cancer. Because of the rarity of the presentation, the optimal treatment regimen remains unknown. Reddy et al[6] stated that patients might benefit from pancreatic metastasectomy given the following: a primary cancer type that was associated with good outcome, control of the primary cancer site, demonstration of isolated metastasis, resectability of the metastasis, and patient fitness to tolerate pancreatectomy. We previously reported that following salvage esophagectomy, the outcome was better in patients with recurrent disease after complete response to definitive chemoradiotherapy than in those with persistent disease[16]. In addition, it was reported that resection of solitary ESCC metastasis results in a longer survival[17]. Therefore, it is therefore likely that this case will have a good prognosis. 

In conclusion, we report a rare case of pancreatic metastasis of ESCC and provide a brief review of the literature. From these results, we argue that surgical excision should be considered a valid treatment strategy for solitary pancreatic metastasis in ESCC. However, further investigation and an accumulation of case reports are needed to confirm this finding.
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COMMENTS

Clinical diagnosis

Metachronous pancreatic metastasis that was resected 2 years after salvage esophagectomy for local recurrence of esophageal squamous cell carcinoma (ESCC).
Differential diagnosis

This report performed pancreatectomy in order to clarify whether the tumor was primary pancreatic cancer or pancreatic metastasis. 

Laboratory diagnosis

Laboratory testing such as tumor makers could not contribute to the diagnosis.

Imaging diagnosis

Computed tomography (CT) and PET-CT had suggested that the tumor was pancreatic cancer, but it was pathologically pancreatic metastasis of ESCC.

Pathological diagnosis

Pathological examination revealed that the tumor was a squamous cell carcinoma with morphologic features similar to the previous ESCC; it was therefore diagnosed as a pancreatic metastasis of the ESCC. 

Treatment

Pancreatectomy and adjuvant chemotherapy (intravenous cisplatin infusions with continuous 5-fluorouracil infusion).

Experiences and lessons

Surgical excision should be considered a valid treatment strategy for solitary pancreatic metastasis in ESCC, but further investigation and an accumulation of case reports are needed to confirm this finding.

Peer review

This report is the first case of metachronous pancreatic metastasis of ESCC following local recurrence treated with salvage esophagectomy and definitive chemoradiotherapy and revealed favorable prognosis with resection of pancreatic metastasis. However, because few cases of pancreatic metastasis of ESCC have been reported it could not insist on many things. Further investigation and an accumulation of case reports are needed.
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Figure 1  Enhanced computed tomography (A) and 18F-2-fluoro-2-deoxy-D-glucose positron-emission tomography (B) showed a tumor of the pancreatic body (arrows). The major axis of the tumor was 15 mm. Maximum standardized uptake value of the lesion was 5.49.
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Figure 2  Macroscopic findings of the specimen revealed a 15 mm × 11 mm tumor in the pancreatic body (arrows).
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Figure 3  Pathological examination revealed squamous cell carcinoma. A: Squamous cell carcinoma in the pancreas; B: Squamous cell carcinoma in the esophagus resected previously (hematoxylin-eosin staining, A: × 40; B: × 400); C: Vascular invasion in the pancreatic metastasis; D: Esophageal carcinoma (elastica van gieson staining, C: × 100, D: × 400).
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