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Abstract

Introduction: Hepatolithiasis characterized by the development of pigmented stones, composed of calcium bilirubinate and, to a
lesser extent, cholesterol, in the intrahepatic bile ducts before their confluence with the common hepatic duct, regardless of the
coexistence of gallstones in the common bile duct or gallbladder.

Clinical case: A 40-year-old male presented with abdominal pain of five months' duration, characterized by epigastric pain and
dyspepsia. Jaundice, nausea, pruritus, choluria, and acholia were also present. An ultrasound revealing a gallbladder measuring
54x32x29 mm with a 3.2 mm wall. Multiple hyperechoic images projecting a posterior acoustic shadow, with a stone measuring 19.6
mm. There was no dilation of the intrahepatic bile ducts. Abnormal liver function tests were performed. ERCP revealing a stone
measuring 15 mm in diameter at the common hepatic duct. It was impossible to extract the stone with papilla dilation, so the decision
to place a 10 Fr plastic stent, and bile duct exploration as a decisive therapeutic method was recommended. Initiated laparoscopic
cholecystectomy, a catheter was introduced into the cystic duct, and intraoperative cholangiography was performed, revealing a filling
defect at the left hepatic duct, as well as multiple distal stones and a variable double right hepatic duct.

Discussion: Treatment of hepatolithiasis consists of stone extraction plus adjuvant drug therapy. Cholangitis usually coexists with
hepatolithiasis; therefore, antibiotic therapy is necessary. For nonsurgical stone removal, PTCL or ERCP are used. Although a
noninvasive approach is a promising treatment, the recurrence of hepatolithiasis is 20%. When hepatolithiasis coexists with bile duct
strictures, which occurs in 40% of cases, since in these patients after PTCL or ERCP, the recurrence rate reaches up to 51%.

Keywords: Left hepatic duct hepatolithiasis; Biliary tract exploration; Cholangiography; Kehr tube

Introduction incidence of hepatolithiasis like that of the general American
population, suggesting that the pathogenesis of the disease is
primarily related to environmental factors, rather than genetic and
ethnic factors. This reinforces the theory that improved living
standards and a change in dietary habits significantly influences
the decrease in incidence.

The disease was described in Hong Kong in 1930 and is endemic
to East and Southeast Asia, where its prevalence has reached
30%. For these reasons, it has also been called "oriental
cholangiohepatitis”, "oriental cholangitis" or "Hong Kong
disease" [1,2]. The incidence of hepatolithiasis varies even within
Asian countries, with Taiwan historically having the highest Clinical Case
relative prevalence. Glenn and Moody [3], reported in 1961 that

patients of Asian descent living in the United States had an
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A 40-year-old male presented with abdominal pain of five
months' duration, characterized by epigastric pain and dyspepsia.
Jaundice, nausea, pruritus, choluria, and acholia were also
present.

Figure 1: Showing a filling defect at the level of the left hepatic duct, as
well as multiple distal stones and a variable of double right hepatic duct.

Figure 4: It is irrigated with saline solution, seeing spontaneous
discharge of two stones < 5 mm, a flexible ureteroscope is introduced.

Figure 5: A 12 Fr T-tube is placed, placing three stitches with 4-0
Vicryl. Saline solutions are instilled and hermeticity is checked, a new
cholangiography is taken with a normal appearance.

An ultrasound of the liver and bile duct showing a gallbladder
measuring 54x32x29 mm with a 3.2 mm wall. Multiple
hyperechoic images projected posterior acoustic shadowing, and
the largest stone was 19.6 mm. There was no dilation of the
intrahepatic bile ducts. The common bile duct was 1.9 mm, and
the portal vein was 11 mm. Alterations in liver function tests
included: BT 17.20 mg/dl, BD 12.20 mg/dl, and Bl 5.0 mg/dl,
AST: 87.6 mg/dl, ALT: 70.6 mg/dl, GGT: 83.5 mg/dl, and FA:
227.0 mg/dl. Since the ultrasound study did not show any
evidence of obstruction of the intra- or extrahepatic bile duct,
ERCP was indicated, observing a stone measuring 15 mm in
diameter at the level of the common hepatic duct, a distal bile
duct of normal diameter, impossibility of extracting the stone with
papilla dilation, so it was decided to place a 10 Fr plastic stent,
recommending exploration of the bile ducts as a resolving
therapeutic method. The left hepatic duct and is removed a 1.5 cm
stone (Figure 2). Prosthesis is shown and removed (Figure 3). It is
irrigated with saline solution, seeing spontaneous discharge of
two stones < 5 mm, a flexible ureteroscope is introduced (Figure
4). At the approach site of the left hepatic duct with passage
through the common bile duct to the duodenum without the
presence of stones, a 12 Fr T-tube is placed, placing three stitches
with 4-0 Vicryl. Saline solutions are instilled and hermeticity is
checked, a new cholangiography is taken with a normal
appearance (Figure 5). Observing adequate passage of the
contrast medium throughout the entire length of the biliary tract.
The gallbladder is removed, a Penrose drain is placed over the
Winslow hiatus, and the cavity is lavage, completing the surgical
procedure with the resolution of the hepatolithiasis of the left
hepatic duct.
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Discussion

Choledocholithiasis occurs in 5 to 10% of patients with gallstones
and up to 18% of patients with gallstone pancreatitis. An
estimated 21 to 34% of stones migrate spontaneously from the
bile duct, and up to 25 to 36% are at risk of causing pancreatitis
or cholangitis if obstructed. Treatment algorithms have been
considered, including endoscopic retrograde
cholangiopancreatography (ERCP) before cholecystectomy,
intraoperative ERCP, and postoperative ERCP. However, 5 to
10% of these procedures may fail due to difficult access or
inability to remove the stones. Stones considered difficult include
those larger than 15 mm that cannot be captured in a basket,
stones located in the intrahepatic biliary tract, stones associated
with chronic biliary tract stricture, stones present in patients
undergoing surgeries that modify the continuity of the proximal
digestive tract (Billroth Il gastrectomy or gastric bypass), and
stones in patients with Mirizzi syndrome. These conditions
drastically reduce the possibility of minimally invasive therapies.
For example, residual stones have been reported in 5 to 14% of
cases treated with laparoscopic biliary tract exploration [4-7].
Patients with hepatolithiasis often have concomitant extrahepatic
gallstones. Therefore, in these cases, biliary exploration and stone
extraction. Conventional choledochotomy requires dissection of
the common bile duct; however, choledochotomy can be easily
completed through the common bile duct stump [7]. Li R, et al [8]
assert that biliary exploration through the left bile duct (LHD)
stump can be safely performed in left-sided hepatolithiasis.
Furthermore, the LHD approach was associated with comparable
intraoperative outcomes and shorter postoperative hospitalization
compared with the CBD approach, and did not increase the
incidence of stone recurrence. Therefore, hepatolithiasis refers to
primary stones found above the confluence of the left and right
hepatic ducts, and its main part is brown bile pigment stones.
Hepatolithiasis is a disease with regional characteristics. Its
incidence in Asia is higher than in Europe and America. In recent
years, Japanese literature has reported a downward annual
incidence of hepatolithiasis, but the outlook in China is still not
optimistic, where the incidence in the population ranges between
2 and 25%.

According to the literature, the incidence of intrahepatic
cholangiocarcinoma in patients with hepatolithiasis is 1 to 23%,
and that of liver cirrhosis in patients with hepatolithiasis is 4 to
14%. Therefore, early diagnosis of hepatolithiasis and proper
treatment methods for intervention are useful in reducing the
incidence of complications, improving the prognosis, and
improving the median survival of patients. Currently, there is no
exact explanation for the etiology of hepatolithiasis. National and
international studies suggest that it may be related to lifestyle,
biliary bacterial infection, biliary parasite infection (Clonorchis

sinensis), biliary anatomical variation, genetic mutation, and
abnormal gene expression, among others [9]. Treatment of
hepatolithiasis consists of stone extraction plus adjuvant drug
therapy. Cholangitis usually coexists with hepatolithiasis;
therefore, antibiotic therapy is necessary. For nonsurgical stone
extraction, PTCL or ERCP is used. Although a noninvasive
approach is a promising treatment, the recurrence of
hepatolithiasis is 20% and is not shown in all cases. For example,
when hepatolithiasis coexists with bile duct strictures, which
occurs in 40% of cases, the recurrence rate in these patients after
PTCL or ERCP reaches 51%. In contrast, the recurrence rate of
hepatolithiasis after surgical treatment ranges from 6% to 14%. In
93% of surgical cases, no residual stones are still, and when the
surgical procedure is combined with the noninvasive method, the
percentage of stone-free patients increases to 96%.

On the other hand, treatment has evolved, and a conservative
approach is trying to increase the use of endoscopic techniques
and decrease the number of hepatectomies. A 55-year-old male
patient with a history of multiple sclerosis was clinically
asymptomatic but with elevated transaminase levels. Ultrasound
revealed hepatic steatosis with dilation of the intrahepatic bile
duct, with multiple hyperechoic images seen within the bile duct.
An ERCP was performed, which ruled out choledocholithiasis. A
CT scan confirmed marked dilation of the intrahepatic bile duct,
on the right side. Lithiasis images were seen in the branches of
both lobes and in the proximal area of the common hepatic duct,
associated with periportal lymphadenopathy. Stones were
extracted from both proximal bile ducts using an endoscopic
technique; a flexible cystoscope was used, and stones were
extracted from peripheral biliary branches, some of them being
fragmented with a Holmium laser. In this case, the presence of
bilateral lithiasis of different sizes in main and peripheral
branches of the biliary tree was observed, so hepatectomy should
be avoided, extracting the largest and most accessible stones
manually, and leaving the smallest and peripheral ones for
destruction with the Holmium laser with a satisfactory combined
surgical result. Although the indications continue to be varied,
most authors use this technique when there are single stones
larger than 2 cm, multiple, bilateral, impacted, or difficult to find,
having previously performed ERCP without success [10]. On the
other hand, there are various studies that try to help prevent the
formation of stones in the body, which include studies about
alcohol intake, the usefulness of physical exercise and changes in
diet, the sitting position in order to prevent this serious disease
that although it is not very common, it is disabling and fatal [11-
15].

Conclusion

Despite best efforts, none of the existing therapeutic approaches
can guarantee complete clearance, and post-treatment follow-up is
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necessary to address residual or recurrent stones. Recurrent stones
and cholangitis occur at a frequency of 9 to 16% after surgery and
30 to 40% after percutaneous or endoscopic lithotomy. Despite
advances in different treatment methods for hepatolithiasis,
significant challenges to success include intrahepatic biliary
strictures, impacted stones, and inaccessible peripheral stones.
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