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CASE REPORT

Pyogenic liver abscess after choledochoduodenostomy for
biliary obstruction caused by autoimmune pancreatitis
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Abstract

A 68-year-old man underwent cholecystectomy and
choledochoduodenostomy for biliary obstruction and
nephrectomy for a renal tumor. Based on clinical and
histopathologic findings, autoimmune pancreatitis
(AIP) was diagnosed. The renal tumor was diagnosed
as a renal cell cancer. Steroid therapy was started and
thereafter pancreatic inflammation improved. Five years
after surgery, the patient was readmitted because of
pyrexia in a preshock state. A Klebsiella pneumoniae
liver abscess complicated by sepsis was diagnosed. The
patient recovered with percutaneous abscess drainage
and administration of intravenous antibiotics. Liver
abscess recurred 1 mo later but was successfully treated
with antibiotics. There has been little information on
long-term outcomes of patients with AIP treated with
surgery. To our knowledge, this is the second case of
liver abscess after surgical treatment of AIP.
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INTRODUCTION

The differentiation of autoimmune pancreatitis (AIP)
from pancreatic cancer is sometimes difficult because
these diseases share many clinical features'!. When
pancreatic cancer cannot be ruled out, laparotomy or
pancreatic resection may be performed for patients with
AIP. To date, there has been little information on long-
term outcomes of patients with AIP treated with surgery.
Some reports have described recurrences of AIP and
pancreatic insufficiency after surgery[z'ﬂ. However, there
have been only two reports describing infections'™. To
our knowledge, this is the second reported case of liver
abscess after surgical treatment of AIP.

CASE REPORT

A 68-year-old man with bronchial asthma visited a
neighborhood clinic. The patient began to feel abdominal
fullness and decreased appetite in January 2000. After
laboratory studies showed liver dysfunction and
hyperglycemia, he was referred to our hospital in February
2000. He had no history of malignancy or autoimmune
diseases. He was not a drinker. Physical examination
showed no abnormal findings. Laboratory studies showed
elevated liver enzymes and hyperbilirubinemia: total
bilirubin was 34 mg/L (normal, 3-11) and direct bilirubin
was 24 mg/L (normal, 0-6). Serum levels of pancreatic
enzymes were as follows: amylase, 75 IU/L (normal,
50-200); lipase, 52 IU/L (normal, 8-46); and elastase I,
3900 ng/L (normal, 810-2960). A fasting plasma glucose
test and an oral glucose tolerance test indicated diabetes
mellitus. Serum levels of gammaglobulin (13.4 g/L) and
IeG (14550 mg/L) were not elevated. Serum IgG4 was not
examined. Antinuclear antibodies were negative. Serum
levels of tumor markers, such as carcinoembryonic antigen
and carbohydrate antigen 19-9, were normal. A dynamic
computed tomography scan showed swelling of the
gallbladder, dilatation of the common bile duct, and slight
swelling of the pancreas head (3.5 cm X 3.0 cm) (Figure
1A and 1B). Furthermore, a 2.8-cm-diameter tumor was
detected incidentally in the right kidney (Figure 1C).
Endoscopic retrograde cholangiopancreatography showed
that the main pancreatic duct in the head was irregularly
narrowed and that the upstream duct was slightly
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Figure 1 Dynamic computed tomography scan showing swelling of the gallbladder and slight swelling of the pancreas head (white arrow) (A). The pancreas body and tail

are not swollen (B). Atumor is detected in the right kidney (C).

Figure 2 Endoscopic retrograde cholangiopancreatography showing short
irregular narrowing of the main pancreatic duct in the head. The narrowing is less
than one third of the length of the main pancreatic duct (white arrowheads).

Figure 3 Percutaneous transhepatic gallbladder drainage. Fluorography through
the biliary drainage catheter shows obstruction of the distal common bile duct.

dilated (Figure 2). Contrast agent could not be injected
into the common bile duct. Percutaneous transhepatic
gallbladder drainage was performed for obstructive
jaundice. Fluorography through the biliary drainage
catheter showed obstruction in the distal common
bile duct (Figure 3). After biliary drainage, the patient
underwent laparotomy in March 2000, because pancreatic
cancer could not be ruled out and because a malignant
renal tumor was suspected. Because wedge biopsy of the
pancreas head showed no malignancy, cholecystectomy
and choledochoduodenostomy were performed for biliary
obstruction. Simultaneously, nephrectomy was performed
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Figure 4 Wedge biopsy of the pancreas head reveals lymphoplasmacytic
infiltration and interstitial fibrosis with acinar atrophy (HE x 100) (A).
Immunohistologic study shows dense IgG4-positive plasma cell infiltration in
peripancreatic lymph nodes (HE x 200) (B).

for the renal tumor. Further histopathologic examination
of the pancreas specimen revealed lymphoplasmacytic
infiltration and interstitial fibrosis with acinar atrophy
(Figure 4A). An immunohistologic study performed 5
years after surgery showed dense IgG4-positive plasma cell
infiltration in petipancreatic lymph nodes (Figure 4B). The
renal tumor was diagnosed as a renal cell cancer (clear cell
carcinoma, stage I).

Seven months after surgery, the patient complained
of abdominal discomfort. Serum levels of pancreatic
enzymes were markedly elevated: amylase, 621 IU/L; and
lipase, 1082 TU/L. A serum level of carbohydrate antigen
19-9 was also elevated to 159.9 TU/mL (normal, 0-37).
Dynamic computed tomography showed that swelling
of the pancreas progressed from the head to the entire
pancreas (Figure 5A and 5B). On the basis of clinical and
histopathologic findings, AIP was diagnosed. Treatment
with prednisolone of 5 mg per day was started. Thereafter,
the symptom disappeared and serum levels of pancreatic
enzymes were normalized. The swelling of the pancreas
and irregular narrowing of the main pancreatic duct
improved (Figure 6). Diabetes also improved.

In February 2005, 5 years after surgery, laboratory
studies showed slightly elevated biliary enzymes, but the
patient had no symptoms. In April 2005, the patient was
admitted because of acute pytrexia in a preshock state. At
that time, he had been continuing to take oral prednisolone,
5 mg per day. Laboratory studies showed elevated liver
enzymes and an inflammatory response: white blood
cell count, 18.9 x10’/L. (normal, 3.1-9.2 X 10’/L) and
C-reactive protein, 288 mg/L (normal, < 5). Blood culture
was positive for Klebsiella pnenmoniae. Ultrasonography and
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Figure 6 Magnetic resonance cholangiopancreatography performed 4 years after
steroid therapy. The narrowing site is resolved in the main pancreatic duct.

computed tomography scan showed a multilocular liver
abscess, 5.6 cm X 5.3 c¢m in size, in the right anteroinferior
segment (Figure 7A and 7B). Vasopressor was administered
for the preshock state, and percutaneous abscess drainage
was performed for the abscess in combination with
intravenous administration of cefoperazone/sulbactam
at a dosage of 2 g per day. Prednisolone was stopped. A
pus culture also showed Klebsiella pneumoniae. The patient
was discharged after 2 wk of treatment; however, a liver
abscess occurred in the left medial segment 1 mo later
(Figure 7C), but was successfully treated with antibiotics.
Hepatobiliary scintigraphy suggested no dectrease of bile
flow. The patient has been in good health since the second
liver abscess was treated. AIP has not recurred irrespective
of cessation of steroid therapy.

DISCUSSION

The clinical entity of AIP was established when Yoshida
et al” proposed the concept in 1995; however, a worldwide
consensus on diagnostic criteria for AIP has not been
achieved”, Retrospectively, the present case did not satisfy
the diagnostic criteria proposed by the Japan Pancreas
Society” at the onset of AIP. However, the results of
histopathologic examinations” and the clinical findings
after surgery were compatible with AIP. Recent reports
have described various AIP cases, such as the present one,
in which pathologic changes are not found throughout
the pancreas™ "', These “focal” and “segmental” types

Figure 5 Dynamic computed
tomography scan showing
swelling of the pancreas
head. A capsule-like low-
density rim can be seen
around the pancreas head
(white arrowheads) (A). The
pancreas body and tail are
swollen (B).

Figure 7 Computed tomography scan showing an abscess in the right
anteroinferior segment of the liver (black arrow). Pneumobilia is detected (black
arrowhead) (A). Ultrasonography shows partial liquefaction in the abscess (B).
Computed tomography scan showing an abscess in the left medial segment of the
liver (white arrow) (C). Note that the pancreas is not swollen.

of AIP have been considered to correspond to an early
stage of ATP""" To avoid unnecessary laparotomy
or pancreatic resection, the establishment of definitive
diagnostic criteria for AIP is urgent. If AIP is suspected
but pancreatic cancer cannot be ruled out by imaging and
laboratory studies, endoscopic ultrasonography-guided
trucut biopsy may help establish a diagnosis of AP,
A short course of steroids can also be used to guide
diagnosism.

Horiuchi ez a/” reported the first case of AIP associated
with liver abscess. This is the second one. It should be
noted that liver abscess developed several years after
surgical treatment of AIP in both cases. The pathogenesis
of liver abscess in the present case remains unclear. The
route of infection seemed to be the biliary tract because
other routes, such as the portal tract, were unlikely. AIP
1s often associated with sclerosing cholangitism’m]. Biliary
stenosis caused by sclerosing cholangitis or anastomotic
stenosis can induce cholestasis, which may cause biliary
infection and liver abscess. However, cholestasis was not
observed in the present case, suggesting that cholestasis is
not a prerequisite for liver abscess formation after surgery.
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Furthermore, there have been few reports describing
cases of liver abscess after choledochoduodenostomy.
The sump syndrome, a complication of side-to-side
choledochoduodenostomy, can cause secondary liver
abscess!"”; however, the present patient had undergone
end-to-side choledochoduodenostomy before the
development of liver abscess. There may be other factors
contributing to the development of the patient’s liver
abscess in addition to duodeno-biliary reflux due to biliary
reconstruction.

Putative predisposing factors for infection in patients
with AIP are as follows. First, diabetes mellitus, which is
often associated with ATP'"" can compromise patients’
defenses against infection. Recent reports have shown that
diabetes is present in many patients with pyogenic liver
abscess! ", Second, steroid therapy for AIP can impair
immunity. In most patients with AIP and diabetes, steroid
therapy improves diabetes; however, in some cases, steroid
therapy induces or exacerbates diabetes"". The present
patient had been receiving long-term steroid therapy,
which improved the diabetes but might have induced an
immunocompromised state.

In conclusion, pyogenic liver abscess can occur as a late
complication of biliary reconstruction in patients with
AIP. Careful follow-up should be petformed to allow eatly
detection of such a serious complication in patients with
AIP treated with surgery.

ACKNOWLEDGMENTS

The authors thank Dr Hideaki Hamano, Department of
Medicine and Gastroenterology, Shinshu University School
of Medicine, for helpful comments on the present case.

REFERENCES

1 Kamisawa T, Egawa N, Nakajima H, Tsuruta K, Okamoto
A, Kamata N. Clinical difficulties in the differentiation of
autoimmune pancreatitis and pancreatic carcinoma. Am |
Gastroenterol 2003; 98: 2694-2699

2 Weber SM, Cubukcu-Dimopulo O, Palesty JA, Suriawinata
A, Klimstra D, Brennan MF, Conlon K. Lymphoplasmacytic
sclerosing pancreatitis: inflammatory mimic of pancreatic
carcinoma. | Gastrointest Surg 2003; 7: 129-37; discussion
137-9

3 Hardacre JM, lacobuzio-Donahue CA, Sohn TA, Abraham
SC, Yeo CJ, Lillemoe KD, Choti MA, Campbell KA,
Schulick RD, Hruban RH, Cameron JL, Leach SD. Results of
pancreaticoduodenectomy for lymphoplasmacytic sclerosing
pancreatitis. Ann Surg 2003; 237: 853-88; discussion 858-88

4 Kamisawa T, Yoshiike M, Egawa N, Nakajima H, Tsuruta K,
Okamoto A. Treating patients with autoimmune pancreatitis:
results from a long-term follow-up study. Pancreatology 2005; 5:
234-28; discussion 234-28

5 Horiuchi A, Kawa S, Hamano H, Hayama M, Ota H,

www.wjgnet.com

10

11

12

13

14

15

16

17

18

19

20

Kiyosawa K. ERCP features in 27 patients with autoimmune
pancreatitis. Gastrointest Endosc 2002; 55: 494-499

Yoshida K, Toki F, Takeuchi T, Watanabe S, Shiratori K,
Hayashi N. Chronic pancreatitis caused by an autoimmune
abnormality. Proposal of the concept of autoimmune
pancreatitis. Dig Dis Sci 1995; 40: 1561-1568

Kim KP, Kim MH, Kim JC, Lee SS, Seo DW, Lee SK.
Diagnostic criteria for autoimmune chronic pancreatitis
revisited. World | Gastroenterol 2006; 12: 2487-2496

Members of the Criteria Committee for Autoimmune
Pancreatitis of the Japan Pancreas Society. Diagnostic criteria
for autoimmune pancreatitis by the Japan Pancreas Society. |
Jpn Pan Soc 2002; 17: 585-587

Kamisawa T, Funata N, Hayashi Y, Eishi Y, Koike M,
Tsuruta K, Okamoto A, Egawa N, Nakajima H. A new
clinicopathological entity of IgG4-related autoimmune disease.
] Gastroenterol 2003; 38: 982-984

Horiuchi A, Kawa S, Akamatsu T, Aoki Y, Mukawa K,
Furuya N, Ochi Y, Kiyosawa K. Characteristic pancreatic duct
appearance in autoimmune chronic pancreatitis: a case report
and review of the Japanese literature. Am | Gastroenterol 1998;
93: 260-263

Koga Y, Yamaguchi K, Sugitani A, Chijiiwa K, Tanaka M.
Autoimmune pancreatitis starting as a localized form. |
Gastroenterol 2002; 37: 133-137

Wakabayashi T, Kawaura Y, Satomura Y, Fujii T, Motoo
Y, Okai T, Sawabu N. Clinical study of chronic pancreatitis
with focal irregular narrowing of the main pancreatic duct
and mass formation: comparison with chronic pancreatitis
showing diffuse irregular narrowing of the main pancreatic
duct. Pancreas 2002; 25: 283-289

Levy MJ, Reddy RP, Wiersema M]J, Smyrk TC, Clain JE,
Harewood GC, Pearson RK, Rajan E, Topazian MD, Yusuf
TE, Chari ST, Petersen BT. EUS-guided trucut biopsy
in establishing autoimmune pancreatitis as the cause of
obstructive jaundice. Gastrointest Endosc 2005; 61: 467-472
Hirano K, Shiratori Y, Komatsu Y, Yamamoto N, Sasahira N,
Toda N, Isayama H, Tada M, Tsujino T, Nakata R, Kawase T,
Katamoto T, Kawabe T, Omata M. Involvement of the biliary
system in autoimmune pancreatitis: a follow-up study. Clin
Gastroenterol Hepatol 2003; 1: 453-464

Nishino T, Toki F, Oyama H, Oi I, Kobayashi M, Takasaki
K, Shiratori K. Biliary tract involvement in autoimmune
pancreatitis. Pancreas 2005; 30: 76-82

Uehara T, Hamano H, Kawa S, Sano K, Honda T, Ota H.
Distinct clinicopathological entity 'autoimmune pancreatitis-
associated sclerosing cholangitis'. Pathol Int 2005; 55: 405-411
Hawes DR, Pelsang RE, Janda RC, Lu CC. Imaging of the
biliary sump syndrome. AJR Am | Roentgenol 1992; 158: 315-319
Nishimori I, Tamakoshi A, Kawa S, Tanaka S, Takeuchi K,
Kamisawa T, Saisho H, Hirano K, Okamura K, Yanagawa
N, Otsuki M. Influence of steroid therapy on the course of
diabetes mellitus in patients with autoimmune pancreatitis:
findings from a nationwide survey in Japan. Pancreas 2006; 32:
244-248

Wong WM, Wong BC, Hui CK, Ng M, Lai KC, Tso WK, Lam
SK, Lai CL. Pyogenic liver abscess: retrospective analysis of
80 cases over a 10-year period. | Gastroenterol Hepatol 2002; 17:
1001-1007

Okano H, Shiraki K, Inoue H, Kawakita T, Yamamoto N,
Deguchi M, Sugimoto K, Sakai T, Ohmori S, Murata K,
Nakano T. Clinicopathological analysis of liver abscess in
Japan. Int | Mol Med 2002; 10: 627-630

S- Editor Wang ] L- Editor Alpini GD E- Editor BiL



