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Introduction: Idiopathic mesenteric phlebosclerosis colitis (IMP) is a rare condition that impairs colonic venous blood return owing to mesenteric venous sclerosis and fibrosis. At present, many studies have suggested that long-term intake of Chinese herbal medicines is associated with its pathogenesis. IMP has no characteristic clinical manifestations, and most patients with IMP present with acute intestinal obstruction. As a rare disease, the etiology, pathogenesis, pathophysiology, and treatment of IMP are being explored and studied.



Case Description: A 60-year-old Chinese male patient with IMP was admitted to our hospital for acute intestinal obstruction, received subtotal colectomy and ileostomy after 10 days of ineffective conservative treatment, and was discharged after postoperative supportive treatment for 1 month.



Conclusion: There are many causes of intestinal obstruction, and we report a relatively rare one. After failure of conservative treatment, it is necessary to surgically resect part of the diseased bowel.
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Introduction

Idiopathic mesenteric phlebosclerosis colitis (IMP), also known as phlebosclerotic colitis, is a rare ischemic colitis with an incidence of 0.01/100,000 individuals in Japan. It occurs almost exclusively in Asian populations, and it is most prevalent in Japan and China. The etiology and pathogenesis of IMP have not been clarified. Studies have associated this disease with the long-term use of Chinese herbal medicines, containing Gardenia jasminoides. Although its clinical manifestations are nonspecific, IMP presents with distinct imaging findings. The treatment options for IMP include conservative management and surgery.

This study reports the case of a patient who presented with intestinal obstruction and was preoperatively diagnosed with IMP. The patient was successfully cured and discharged after undergoing surgery. Ethical review and approval were not required for the study on human participants in accordance with the local legislation and institutional requirements. The patient provided written informed consent to participate in this study. Written informed consent was obtained from the individual for the publication of any potentially identifiable images or data included in this article.



Case report

A 60-year-old Chinese male patient complaining of abdominal pain for >3 days and vomiting for >2 days was admitted to our hospital in February 2022. Three days prior, the patient had experienced abdominal distension and discomfort in the right lower quadrant, relieved by eating. The pain recurred 1 day later and was accompanied by nausea, vomiting, and constipation. The patient was admitted with a primary working impression of intestinal obstruction. He had diarrhea for more than 6 years, passing loose stools twice a day on average. The patient also had medical history of syphilis. The patient had been using Chinese herbal medicine, specifically Zhizhonghe Cortex acanthopanacis wine, for more than 20 years at a dose of 300 g per day. He had an unremarkable family history. On examination, the patient had a distended abdomen with tenderness at the right lower quadrant and no rebound pain. Laboratory examination showed a peripheral white blood cell count of 13.4 × 109/L and a C-reactive protein level of 194.8 mg/L. Computed tomography (CT) angiography revealed atherosclerotic changes with mild luminal stenosis in the lower segment of the abdominal aorta, left and right common iliac arteries, and left and right internal iliac arteries (Figure 1). Extensive calcification of the ascending and transverse colonic venous networks was observed. The bowel wall was edematous and thickened, and small bowel obstruction was observed (Figure 2). Based on these findings, IMP was considered.


[image: Figure 1]
FIGURE 1
Abdominal vascular computed tomography (CT) angiography revealed atherosclerotic changes in the lower abdominal aorta, bilateral common iliac arteries, and internal iliac arteries, with corresponding mild stenosis and extensive calcification of the venous network in the ascending and transverse parts of the colon (arrow).
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FIGURE 2
Abdominal CT and enhanced CT revealed extensive calcification of the venous network in the ascending colon and transverse colon, with edema and thickening of the intestinal wall and small intestinal obstruction.


On admission, the patient received symptomatic and supportive treatment, consisting of fasting, gastrointestinal decompression, acid inhibition, gastric protection, fluid replacement, parenteral nutrition, and anti-infection treatment with 2 g of cefotaxime sodium every 8 h. After 10 days of conservative treatment, no significant improvement in the patient's symptoms was noted. Abdominal CT revealed intestinal wall swelling with encapsulated effusion in the paracolic gutter of the adjacent fat colon. These findings suggested intestinal perforation, which was an indication for surgery.

After excluding contraindications to the procedure, laparoscopic exploration was performed on February 25. Intraoperatively, the ascending and descending colon tubes were violaceous, and poor peristalsis was noted. The intestinal wall of the ascending colon was necrotic, thin, and densely adherent to the lateral peritoneum, forming a pus cavity. There were no palpable masses in the intra-abdominal wall, enlarged lymph nodes at the mesenteric root, or ascites in the abdominal cavity. Given the difficulty of separating the ileocecal region, laparotomy with subtotal colectomy and ileostomy were performed. IMP was confirmed by postoperative pathological findings (Figures 3, 4).


[image: Figure 3]
FIGURE 3
Macroscopically, the colonic mucosa appeared dark purple, and the colonic wall was significantly thickened (arrow).
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FIGURE 4
(A) Histological microscopy showing epithelial detachment in the lamina propria of the intestinal mucosa, local vascular slide, interstitial collagenization, and mucosal muscle atrophy in the area. The vascular wall in the submucosa was extensively thickened and narrowed with slide, local calcification, and interstitial collagenization (hematoxylin and eosin staining). (B) Arrow: Extensive stenosis, occlusion with degeneration, calcification, and ossification of thick-walled vessels on the serosal side (hematoxylin and eosin staining).


Postoperatively, the patient continued receiving cefotaxime sodium for protection against infections, supplemented by hemostatic and analgesic incision dressing change and other supportive means of treatment. The patient fully recovered and was discharged on March 24.



Discussion

Here, we reported the case of a 60-year-old male patient who used Chinese herbal medicine for longer than 20 years, developed IMP and acute intestinal obstruction, and was successfully treated with surgery and supportive postoperative care. IMP is a rare clinical condition. With more than 200 reported cases, IMP almost exclusively affects the Asian population, and it is most prevalent in Japan and China. Only few cases have been reported outside Asia (1, 2). According to previous studies, IMP more commonly affects middle-aged and elderly men (3).

This disease was first reported in Japan by Koyama et al. in 1991. It was termed “phlebosclerotic colitis” (4) by Yao et al. in 2000 and “idiopathic mesenteric phlebosclerosis” by Iwashita et al. in 2003 (5).

The etiology and pathogenesis of IMP have not been clarified. Recent studies have associated IMP with the chronic intake of biochemical substances and toxins (6). The long-term use of Chinese herbal medicines containing geniposide was related to this disease (7, 8). The patient in the present study had history of long-term intake of Zhizhonghe Cortex acanthopanacis wine, consisting of white wine, honey wine, Gardenia jasminoides Ellis, and Cortex acanthopanacis. These ingredients were similar to those noted in previous reports on the association between IMP and Chinese herbal medicine use. The aqueous decoction of Gardenia jasminoides contains large amounts of geniposide, which is metabolized into genipin by β-glucosidase, produced by proximal colonobacteria, and reacts with proteins in the mesenteric venous plasma. The gradual accumulation of collagen under the mucosa is followed by the development of a hyperplastic endomysium in the veins, accompanied by fibrosis, resulting in venous obstruction (9). However, Chen et al. found that only four of 25 Chinese patients with IMP had history of long-term use of traditional Chinese medicinal materials and medicinal liquor (10). In a study by Sheung et al. involving 29 patients with venous sclerosing colitis, only six used various herbal medicines, and a significant association between herbal medicines and IMP was not established (11). According to a systematic review of 240 reports by Wang et al., 78.7% of patients had history of herbal medicine intake (12). A survey in Japan showed that 147 of 222 patients used traditional Chinese medicine (13). There have also been reports of mother and daughter pairs (14) and couples (15), who all used Chinese herbal medicines for a long time and developed the disease. The risk factors for IMP include diabetes, cirrhosis, portal hypertension, and hypercoagulable states.

IMP is pathologically characterized by mucosal ulceration, epithelial ischemic atrophy of the intestinal wall, extensive fibrosis and hyalinization of the submucosa (16), and marked calcification within the venous wall narrowed by non-inflammatory fibrosis (11). The clinical signs of IMP are nonspecific and include chronic abdominal pain, diarrhea, and anemia. Acute ischemia aggravates the symptoms, leading to intestinal obstruction and intestinal perforation. There have been case reports of IMP, accompanied by precancerous lesions of colonic polyps or colon cancer. Thus, close follow up during conservative management is indicated in patients with IMP to prevent disease aggravation and carcinogenesis. However, the relationship between IMP and colon cancer requires further investigation.

Various methods have been used to examine IMP. Diagnostic modalities include radiography, barium enema, angiography, colonoscopy, and CT. IMP has characteristic imaging features, and CT accurately detects these findings. The main CT findings of IMP included thickening of the affected colonic wall and linear calcification of the mesenteric vein. Typical endoscopic findings include a dark violaceous or blue intestinal wall in the diseased segment of the colon (17). This is likely caused by chronic congestion with ischemia or toxin contamination of the intestinal mucosa. It has also been related to the dark blue color of prednisone upon reacting with amino acids or proteins. In addition, digital subtraction angiography, CT angiography, and ultrasound endoscopy are useful diagnostic tools for IMP.

The diagnosis of IMP is based primarily on imaging findings, clinical symptoms, and history of relevant drug intake. CT findings of curvilinear mesenteric vein calcification confirm the diagnosis, and CT imaging is also used to assess the severity of the disease.

The primary treatment strategy for IMP is conservative. Ingestion of Chinese herbal medicines should be stopped. Symptomatic and supportive treatments, including intestinal rest, improvement of microcirculation, and infection prevention, are advised. Total or subtotal colectomy is recommended when there is a wide range of lesions (lesions involving the rectum), severe complications such as intestinal obstruction and intestinal perforation, or recurrent IMP with mild symptoms. With proper treatment, IMP has a favorable prognosis.



Conclusion

IMP is a rare disease with unknown etiology, and further studies are needed to explore the specific risk factors and etiology of IMP in order to reduce the incidence and identify high-risk groups. In this paper, we report a case of intestinal obstruction caused by IMP, and we discuss the necessity to perform surgical resection of the diseased part of the bowel when conservative treatment has not been effective.



Data availability statement

The raw data supporting the conclusions of this article will be made available by the authors, without undue reservation.



Ethics statement

Ethical review and approval was not required for the study on human participants in accordance with the local legislation and institutional requirements. The patients/participants provided their written informed consent to participate in this study.



Author contributions

Conceptualization and visualization: FC; Data collection: JS; Writing – original draft: JS; Writing – review & editing: PY; Performed the surgery: PY. All authors contributed to the article and approved the submitted version.



Conflict of interest

The authors declare that the research was conducted in the absence of any commercial or financial relationships that could be construed as a potential conflict of interest.



Publisher's note

All claims expressed in this article are solely those of the authors and do not necessarily represent those of their affiliated organizations, or those of the publisher, the editors and the reviewers. Any product that may be evaluated in this article, or claim that may be made by its manufacturer, is not guaranteed or endorsed by the publisher.



References

1. Mohigefer J, Gomez-Millan P, Borrero JJ. Phlebosclerotic colitis in a non-Asian patient: a case report. J Med Case Rep. (2021) 15(1):349. doi: 10.1186/s13256-021-02930-2

2. Klein S, Buchner D, Chang D-H, Buttner R, Drebber U, Fries JWU. Exclusive phlebosclerosis of submucosal veins leading to ischemic necrosis and perforation of the large bowel: first European case. Case Rep Gastroenterol. (2018) 12(1):137–42. doi: 10.1159/000488195

3. Guo F, Zhou Y-F, Zhang F, Yuan F, Yuan Y-Z, Yao W-Y. Idiopathic mesenteric phlebosclerosis associated with long-term use of medical liquor: two case reports and literature review. World J Gastroenterol. (2014) 20(18):5561–6. doi: 10.3748/wjg.v20.i18.5561

4. Yao T, Iwashita A, Hoashi T, Matsui T, Sakurai T, Arima S, et al. Phlebosclerotic colitis: value of radiography in diagnosis - report of three cases. Radiology. (2000) 214(1):188–92. doi: 10.1148/radiology.214.1.r00ja01188

5. Iwashita A, Yao T, Schlemper RJ, Kuwano Y, Yao T, Iida M, et al. Mesenteric phlebosclerosis: a new disease entity causing ischemic colitis. Dis Colon Rectum. (2003) 46(2):209–20. doi: 10.1097/01.DCR.0000044720.43258.6E

6. Chang K-M. New histologic findings in idiopathic mesenteric phlebosclerosis: clues to its pathogenesis and etiology–probably ingested toxic agent-related. J Chin Med Assoc. (2007) 70(6):227–35. doi: 10.1016/S1726-4901(09)70364-8

7. Wen Y, Chen YW, Meng AH, Zhao M, Fang SH, Ma YQ. Idiopathic mesenteric phlebosclerosis associated with long-term oral intake of geniposide. World J Gastroenterol. (2021) 27(22):3097–108. doi: 10.3748/wjg.v27.i22.3097

8. Takasaki T, Motomura Y, Shioya K. Idiopathic mesenteric phlebosclerosis. Clin Gastroenterol Hepatol. (2022) 20(7):A19. doi: 10.1016/j.cgh.2022.02.038

9. Kang MJ, Khanal T, Kim HG, Lee DH, Yeo HK, Lee YS, et al. Role of metabolism by human intestinal microflora in geniposide-induced toxicity in HepG2 cells. Arch Pharm Res. (2012) 35(4):733–8. doi: 10.1007/s12272-012-0418-y

10. Chen W, Zhu H, Chen H, Shan G, Xu G, Chen L, et al. Phlebosclerotic colitis our clinical experience of 25 patients in China. Medicine (Baltimore). (2018) 97(43):e12824. doi: 10.1097/MD.0000000000012824

11. Ko S-F, Chen H-H, Huang C-C, Lin L-H, Ng S-H, Lee Y-W. Phlebosclerotic colitis: an analysis of clinical and CT findings in 29 patients with long-term follow-up. Insights Imaging. (2022) 13(1):19. doi: 10.1186/s13244-022-01159-x

12. Wang J, Shao J, Lu H, Wang B, Chen J. Idiopathic mesenteric phlebosclerosis: one case report and systematic literature review of 240 cases. Am J Transl Res. (2021) 13(11):13156–66. PMID: 34956536

13. Shimizu S, Kobayashi T, Tomioka H, Ohtsu K, Matsui T, Hibi T. Involvement of herbal medicine as a cause of mesenteric phlebosclerosis: results from a large-scale nationwide survey. J Gastroenterol. (2017) 52(3):308–14. doi: 10.1007/s00535-016-1218-9

14. Zheng Q, Zhang B, Cao Z, Wang L. Idiopathic mesenteric phlebosclerosis associated with long-term oral intake of herb drug occurring in a mother and her daughter. Clin Res Hepatol Gastroenterol. (2021) 45(1):101467. doi: 10.1016/j.clinre.2020.05.015

15. Miyazaki M, Nakamura S, Matsumoto T. Idiopathic mesenteric phlebosclerosis occurring in a wife and her husband. Clin Gastroenterol Hepatol. (2009) 7(6):e32–3. doi: 10.1016/j.cgh.2009.01.024

16. Xu J, Jin M, Jiang Z, Ke Q, Li A, Zhu T, et al. Clinicopathological features of phlebosclerotic colitis. Pathol Res Pract. (2020) 216(11):153193. doi: 10.1016/j.prp.2020.153193

17. Wen Y, Zhao M, Huang W, Fang S, Lin C. Idiopathic mesenteric phlebosclerosis associated with use of Chinese herbal medicine: two case reports. Medicine (Baltimore). (2020) 99(42):e22813. doi: 10.1097/MD.0000000000022813



OPS/xhtml/Nav.xhtml




Contents





		Cover



		Intestinal obstruction due to idiopathic mesenteric phlebosclerosis colitis: A case report

		Introduction



		Case report



		Discussion



		Conclusion



		Data availability statement



		Ethics statement



		Author contributions



		Conflict of interest



		Publisher's note



		References



















OPS/images/cover.jpg
, frontiers ‘ Frontiers in Surgery

Intestinal obstruction due to idiopathic
mesenteric phlebosclerosis colitis:
A case report





OPS/images/fsurg-09-969154-g001.jpg







OPS/images/fsurg-09-969154-g002.jpg






OPS/images/fsurg-09-969154-g003.jpg






OPS/images/fsurg-09-969154-g004.jpg





OPS/images/crossmark.jpg
(®) Check for updates.





OPS/images/logo.jpg
& frontiers | Frontiers in Surgery





